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5 The consensus statement from 2006 introduced multidisciplinary teams in the care of people with variations of sex characteristics. The teams have
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7 been introduced in the care, but the composition and the collaboration of the teams remain unexplored. The fBesent paper examined this gap. The
N

g results suggest that within the teams there is no real collaboration and that the teams are predominantly comp§sed of medical professionals.
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Multidisciplinary teams caring for people with variations of sex characteristics: M§th or reality?

o
A scoping literature review on the composition, collaboration, and ethical principles of m@ltidisciplinary teams
3

Abstract

MoQ ‘1¢0¢ 4eq

Background
In 2006 the Chicago consensus statement on the management of people with variations of sex characteristics (§SC) acknowledged the importance
of a multidisciplinary team (MDT) approach. The consensus update from 2016 reinforced the call for multi;gisciplinary collaborations between
medical professionals, parents and support groups, and proposed guidelines to improve shared decision making?_and patient centered care embedded
in ethical principles of self-determination and child participation. But there is little evidence that succesfullg multidisciplinary teams have been
implemented in clinical practice. ]

Methods and aims

dospaed(w

A scoping review was conducted to identify studies that address the collaboration and decision making process®f multidisciplinary teams providing
o

care of people with VSC to identify ideal and actual (1) team composition (2) models of collaboration and (35‘ ethical principles that MDT teams
o

follow. Six databases were systematically searched: CINAHIL, Medline, Psychinfo, Scopus, Socindex and §Neb of Science. No restriction was

]
placed on the type of methodology used in the studies. To frame the research, the Preferred Reporting Itemg for Systematic Reviews and Meta-

0

Analyses was used.

veoe ‘L2

Results
The actual MDT teams include mainly medical professionals: endocrinologists, urologists and surgeonnghe collaboration among medical
professionals in multidisciplinary teams lacks cooperation as one team member — usually the endocrinologist f:%, sets the taks of the team while each
professionals works separately. Despite the importance of psycho-social support the involvement of p%hologists remains secondary. The

implementation of ethical principles tends to exclude people with VSC.
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3 Conclusion &
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5 The care of people with VSC is medically oriented as the team members who are medical professionals who w@rk separately. MDT tend to exclude

6 3

7 people with VSC despite references to shared decision making processes and informed consent.There was 18 mention of adult care and lack of
N

g inclusion of patient's perspective in the care process. The future research should do more empirical research @‘ MDTs.
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21 Variations of sex characteristics (VSC) demand a multidisciplinary care approach !, because human sex is deteimined by multiple factors 2: genetic,
©

;g gonadal, hormonal, phenotypic, and psychological sex. The need to bring together a broad range of health cire professionals to provide care for
o

24 people with VSC has been recognized also by the Chicago consensus statement of 2006 3#. The consensus statément has introduced new guidelines

25 g

26 for the care of people with VSC and their families. These recommendations include: (1) the provision of long-t%m multidisciplinary care (including
]

;é psycho-social support), open and on-going communication, the deferral of early cosmetic surgeries until the Zge of informed consent and the use

29 of a new medical umbrella term DSD 3. According to the consensus statement, multidisciplinary teamsNMDT) are to include: (paediatric)

30 2,

31 endocrinologists, urologists, surgeons, psychiatrists/psychologists, gynaecologists, geneticists, neonatologiﬁis; and if available: social workers,

32 . .. . . . .

33 nurses and medical ethicists 3. The MDT team should educate other health care professionals involved 1n§the treatment of people with VSC,
c

g;‘ communicate with family members under supervision of a (health) care professional and develop a plan for cfinical management 346, Care should
i)

36 be patient-centered and focus on children’s growing capabilities to participate in decisions regarding their he%lth and thus pose a limit to parental

37 Q

38 authority 2. g
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The updated consensus statement of 2016 seemed to recognize this important paradigm shift in children’s rights by considering shared decision-
making as “the crux of patient-centred care”. Healthcare experts should share their knowledge but also thei§ uncertainties in care and outcomes
with patients and families and give them enough time and support to make fully informed decisions. A crgcial aspect of this patient-centered,
individualized care approach is the endorsement by the Chicago consensus of healthcare teams that are compq!?ed of different provider types. Such
teams can be multidisciplinary, interdisciplinary and transdisciplinary depending on the degree of collaboratign 4,

Although Lee and colleagues # explain the differences between these types of teams, they do not give any pélctical indications on how to set up
[oX

} pa

such teams, nor do they explain which type of team is more suitable in which kind of context. o
Studies suggest that regular MDT meetings may result in active deferral of early cosmetic surgeries’. On the ézne hand, data seems to suggest that
the majority of teams in Europe accepts the MDT approach while other studies portray a less optimistic situaﬁgon. Moreover, empirical data on the
actual functioning of MDT, their collaboration with patients and families as well as their efficacy remain poor%r documented ¥°. It is often unclear,
in fact, who is actually included in the team, what the role of each team member is, how various healthcare péﬂfessionals collaborate, how people

©
with VSC and their families are involved in the decision-making process regarding their health and what imgfact MDT have on care management

09°'lwg

and patient well-being.

T

The following paper aims to critically examine the existing scientific literature on the composition of MDT=in the care of people with VSC, to

describe the implementation of multidisciplinary teams in the care of people with VSC.

11dy uo

For this purpose, the manuscript aims to identify ideal and actual (1) MDT composition; (2) models of collabgiation and (3) ethical principles that
guide MDT teams. It further aims to identify possible barriers to the adequate implementation of MDT an§ examine any assessments of their

impact on the care of persons with VSC. Finally, the review aims to identify possible gaps in the existing resgarch on MDT.
c

Methods

09]01d ‘1S9

Given the broad aim of the research question, a scoping review was conducted to provide an overview and crit&al analysis of the existing literature

o
on MDT caring for people with VSC. We searched the following data bases: CINAHIL, Medline, Psychignfo, Scopus, Socindex and Web of

1ybuAd
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2 Science. The research terms were selected after discussions within the research team and extensive backgrouwl reading on the topic (see Table 1).
o
5 Inclusion criteria were: published in peer reviewed journals between 2006-2021, written in English, Germgn or French. A 15-year publication
6 3
7 window was chosen to capture all studies that were published after the publication of the Chicago consengus statement of 2006. In line with
N
g scoping reviews, no restriction was placed on they type of study (theoretical, intervention, quantitative, qua@ative or mixed method) However,
1(1) book chapters, literature reviews, expert reports, commentaries, conference abstracts and books were eé:luded. Given that in the medical
. . . . . =] .
12 community the acronym DSD is prevalent, we used it as a search term together with intersex. Terms suclgas “diverse sex development” and
13 L . : ®
14 “variations of sex development” were not included in the search query because although these research terms a%e often relevant for affected persons
o
12 and activists, they are not yet ingrained in the scientific literature and the preliminary searches gave no additignal results when using these terms.
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Table 1: Search query

BMJ Paediatrics Open

Search terms

WoS

Scopus

Medline

CINAHIL

Psychinf

Socioindex

(intersex* OR "disorders of sex development" OR
"differences of sex development" OR "genital
ambiguity")

8,312

7,018

2,287

466

930

331

(child* OR minor* OR infant* OR newborn* OR baby
OR babies OR paediatr* OR pediatr* OR boy* OR
girl* OR neonat* OR adolescent*)

4,111,869

2,875,699

1,258,637

523,079

541,804

132,823

(ethic* OR decision* OR issue* OR "decision making"
OR "masculinizing surgery" OR "feminizing surgery"
OR "genetic selection" OR "psychosocial support" OR
"genital surgery" OR "surgical intervention" OR
"hormone replacement therapy" OR standard* OR
guidelines OR "best interest" OR harm* OR "human
rights" OR autonom* OR assessment OR evaluation
OR care OR medical management)

12,727,466

1,520,839

3,237,731

1,270,357

986,407

986,407

(multidisciplinar* OR interdisciplinar® OR
interprofession* OR multilateral OR transdisciplinar*
OR transprofession* OR holis*)

345,970

343,642

116,958

57,007

48,329

11,091

(intersex* OR "disorders of sex development" OR
"differences of sex development" OR "genital
ambiguity") AND (child* OR minor* OR infant* OR
newborn* OR baby OR babies OR paediatr* OR
pediatr* OR boy* OR girl* OR neonat* OR
adolescent™) AND (ethic* OR decision* OR issue* OR
"decision making" OR "masculinizing surgery" OR
"feminizing surgery" OR "genetic selection" OR
"psychosocial support" OR "genital surgery" OR
"surgical intervention" OR "hormone replacement
therapy" OR standard* OR guidelines OR "best
interest" OR harm* OR "human rights" OR autonom*
OR assessment OR evaluation OR care OR medical
management) AND (multidisciplinar®* OR
interdisciplinar® OR interprofession®* OR multilateral
OR transdisciplinar* OR transprofession* OR holis*)

189

102

82

26

N
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We followed the Preferred Reporting Items for Systematic Reviews and Meta-Analyses (PRISMA) guideliges 10 (see Figure 1). The combined
research of 6 databases gave 415 results and 1 article was added through other sources. After deduplicating (u%ing Zotero) 251 units remained and
were further screened on the basis of title and abstract. The articles that refered to intersex or DSD, but did n§t refer to MDT were excluded. The
screening process of the first author was checked and unfied with the second author, who confirmed whichgarticles were elligible based on the
abstract. The first screening gave 35 results. After that the references of the already selected studies were c@cked to identify additional studies.
This resulted in a final sample of 37 units. In the next step, the first and second author then read the full text i;ersions of these articles. 25 records
were excluded because they only loosely referred to MDT and either (1) failed to list which healthcare profe:%sionals are part of MDT; (2) made
not reference to MDT collaboration models; (3) almost exclusively focused on the clinical management or psicho-social care of people with VSC;
(4) or discussed the role of only one MDT member, without any description of their collaboration with otheéeam members.

Figure 1: Search process using PRISMA Systematic Review of Literature

g uadospa

The data from the selected 12 articles was extracted by making a Microsoft Excel spreadsheet, secured and%wailable to all team members. The
o

spreadsheet included sections for authors name, year of publication, country of origin, name of the journal, stucg' design, data analysis, key findings,
]

patient age cohort, intersex variation, medical management, psychosocial care, composition of the team, appZoaches to collaboration, conceptual

1ssues, ethical framework.

Results

1s8anb Aq 202 ‘22 |

1. General characteristics of included studies
a

Out of the final 12 articles 6 were theoretical ''-16, 5 were empirical 172! and 1 was a mixed methods studgﬁ. One third (4) of the articles was

published in the UK *-11:12.18 'the other third in the USA 13151720 and the remaining third came from Switzerlaﬁd and Germany 2!, Sweden and UK
(=3

19" Australia '¢ and Germany !4 (see Table 2).

1ybuAdoa A
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Table 2: Included Studies &
(@]
N 1)) N
Stud Patient ) .. oApproaches to Conceptual Ethical
Author | Year | Country Y Psychosocial care Composition of team g PP . neep
design | cohort 5 collaboration issues framework
" B D 5. " N N
Clinical psychologist should examine carly endocrlnologl§t, surgeon Paediatric endocrinologist
. . o and/or urologist, clinical Should take the role of .
) emotions of people with VSC, facilitate . P N . Sy informed
Ahmed et. al. | 2016 UK theoretical | adolescents . . psychologist/psychiatrist, = coordinator of sex multidisciplinary
adjustment of parents to new-born, informed . . s - consent
L . radiologist, nurse and aggignment and decision-
decision-making process. . o .
neonatologist. < making process.
endocrlnolqglst, (paediatric) g’sychologlst has the Informed
Psychologist as mediator between physicians and urologist/surgeon, cfcial role, manages the consent and
Brain et. al. 2010 UK theoretical | new-borns - gynaecologist, psychologist, ®  process of multidisciplinary .
patients - . L . decision
biochemist, clinical/molecular | cemmunication between .
. - .. o making
geneticist, ethicist ysicians and families
Psychos0c1al' suppqrt was provided: I:lSk and endocrinologist, urologist, and ghmcal professional Shared
Chawla et. . . benefits including the psychological o g covrdinates the team and Sy ..
2019 USA empirical an infant . X L paediatric, surgeon, clinical = L ) multidisciplinary decision
al. consequences of having atypical genitalia . siared decision-making .
. : - coordinator 3 making
were reviewed with the family. . process
.. . . A team coordinator is
Physician, endocrinologist, . . .
nurse, counsellors, geneticist igportant in the creation
infants, Psychosocial support should cover family ae di’atric urolo i; t sur eon’ @ the service as well as Shared
Gomez Lobo | 2014 USA theoretical | children, support and facilitation of the decision-making p radioloist b%oe{hicifs;t ’ &going functioning of | multidisciplinary decision
adolescents process regarding medical treatment. g1st, L the team and the team making
gynaecologist - focus in this
article =hould educate other
‘ hgalth care professionals
mologi 3
endocrinologist, o Patient navigator
surgeon/urologist, S .
. . infants psychologist, gynaecologist co'ordllnates e informed
Hiort et. al. 2014 D theoretical g / .. i A . communication between | multidisciplinary
children geneticist, molecular biologist, = o . consent
. . / p{)hents/ families with the
radiologist, pathologist,
- . ~N team.
biochemist. o
— - - &
. paedlaltr}c endocrlp 910g1$t’ PdRdiatric endocrinologist
Kyriakou et. .. . clinical geneticist, . e Informed
2016 UK empirical children / U . has the central role in the | multidisciplinary
al. paediatrician, neonatologist, < consent
. R « team.
adult endocrinologist =
- - @
Psychologists' role is pushed aside in the begging gynaeco} ogists, urologists, T€am means a collection
. S . . paediatric surgeons, . .
Liao and 2019 UK, SE empirical children of examination. The psychologist sometimes endocrinologists, geneticists offpecialists - there is no multidisciplina; /
Roen ’ P mediates the emotional mess to prevent patients EISTS, & i %al collaboration, it is pinary

from disengaging with the service.

psychologists and nurse
specialists.

refgler multi-professional.
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1
2
3 fFhe development of a
4 paediatric endocrinologist, a g team requires
5 Moran and infants psychiatrist, and/or social worker can provide paediatric urologist and/or 8 coordination in the shared
6 Karkazis 2012 USA theoretical chil dre;1 early and ongoing psychosocial care and access surgeon, and a psychologist, g planning, multidisciplinary decision
7 to support resources for parents and patients. psychiatrist, and/or social Ymplementation, and making.
8 worker fighctioning stages, and a
Q9 team coordinator.
9 specialists in medical genetics, =
10 i O
Psychosocial support for families: parents are cytogenetics, gynaepology, Q S
11 given pragmatic, age-appropriate and reproductive e role of geneticists is shared
121 parisi et. al. 2007 USA empirical mfants, recommendations for disclosure of a diagnosis of endqcrlpology.amhi the .Ig;ghllghted and m the multidisciplinary decision
13 children L o i paediatric specialties of immtial stages coordinates .
a DSD to a child in an honest, non-stigmatizing . ® making
14 manner urology, endocrinology, o the team.
: adolescent medicine, and 3
15 psychiatry. 3
16 . . . = Patients are also
17 Endocrinologist and geneticist -_E;_’e ducators: eencral
18 were always present. In nine (§cussions a;b%) ut which
out of 10 clinics .
19 urologist and psychologist. FBpics or concerns were
. . ¢ . . . Sikely to be raised in
20 | Sanders et. mixed children, The nurse and psychologists are information Gynaecologists were present . . . .
2017 UK .S ; .. h cHnic as issues based on interprofessional /
21 al. method adolescents exchange agents acting in an advocacy role. in seven clinics, while the Sonnection to families
22 nurse attended three clinics .
. . %lped professionals to
23 since only one site had a nurse | ., ; Ily think about what's
24 as a consistent and integral @oin to happen in a
25 member of the team. ? cgnsul tart)ilz)n s
26 Paediatric endocrinologist, g
57 psychologist, specialist in S interprofessional shared and
sexual medicine, child and ZThe team members information
) S
28 Streuli et. al 2012 CH.D empirical children Psychosocial care is shared and provided or at adolescent psychiatrist, =Zollaborate with each forrr(l(;;ll}i/nprreoali ¢ based
29 ’ > P least considered by all MDTs. paediatric surgeon, social Nther, family and the 1’ tis Y decision
30 worker, study nurse, I patient. S making
. . o multidisciplinary
31 gynaecologist, neonatologist, o process
32 member of a support group i
- . o . < The biomedical
33
34 Vora and neonates, Ftlilhee (;rlgrllltcsa’lla)lrlljsycc)lﬁilloglesﬁsco?sa ﬁlgle?sstz‘;s;ilrrllg endocrinologist, urologist aessment is most often Informed
. 2010 AU theoretical | children, P and youns p - ng E1sL, UTOIOgISt, Y coordinated by the multidisciplinary
35| Srinivasan of information discussed and provide family gynaecologist | b consent?
adolescents support in a culturally sensitive manner D pacdiatric
36 PP Y ) S endocrinologist.
37 o
38 g
39 g
40 3
ke
41 =
42 g
22 https://mc.manuscriptcentral.com/bmjpo
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Only two empirical studies 718 addressed MDT in relation to a specific intersex variations: CAH and 46, X% DSD. Other studies either referred

to a wide array of VSC: 1"1420 or provided no specification %!316:19.21 (see Table 2).

wa9aq

The majority of studies discussed MDTs in relation to infants and children 2151721, Two studies referred to dhildren and adolescents *!¢ and only
N
one focused exclusively on adolescents '!. Overall the focus on adolescents was limited and none of the pap&ss discussed MDT in relationship to

adults (see Table 2).

umoq ‘T

Except for 171 most studies referred to VSC in terms of disorders/differences of sex development and usgd the acronym without any critical

reflection or explanation of it %!11-16.18.20.21 Two papers explicitly referred to VSC as a pathology -1,

2. The ideal and actual composition of MDT.
According to most theoretical studies MDT ideally consist of an endocrinologist, an urologist, and a surggon !'"'°, Some papers also include

geneticists -14, psychologists !'-13, gynaecologists 1271416 and radiologists '1:13-14,

dospee%%wq//:dnu woJj pap

However in practice, the core team was composed of endocrinologists %!72!, accompanied almost alw@ys by urologists/surgeons 171921

09°lwg

geneticists *1820 gynaecologists >'°-2! and psychologist/psychiatrists *19-21,
The vast majority of articles considered multiple methods of medical management as being the task OE MDTs: genetic testing (including
karyotyping), biomedical assessment (such as hormone levels, blood and urine tests), genital surgery and ul@sounds 11-14,16-21 1 egg than half of
the papers suggest that in the MDTs each specialist is singularly responsible for the medical management !~ 14997 Half of the papers did not specify
the responsibility for medical management %!6:18-21_ Only one paper ! argued that specialists should talk to Bach other about their medical tasks

and collaborate with coordinator.

nb Aq

Next to medical management, psychosocial care was considered by 6 articles to be a key task of MDT2 This role was mostly ascribed to
)

psychologists °-11-13.16.19 Tn only one paper psychosocial care was said to be provided by all the members of the team 21

Most studies focused on the importance of psychosocial support for parents to help them cope with their chil(ﬁbeing intersex '1.13:16, Pgychologists

(=3
should provide them information, connect parents them to support groups '3!6 and function as mediatogs between parents and health care
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2 professionals to facilitate the decision-making process '>!3. Ahmed and colleagues !! argued that psychosogial support ought to be provided to
o

5 people with variations of sex characteristics in general to help them cope with the whole process. Only one efppirical study '* focused on psycho-

6

7 social support as part of MDT. The authors found out that in the initial phases of the multidisciplinary care psgcho-social counselling is secondary
N

g to medical treatment. What is more psychologists rarely collaborate with medical professionals and the forme@take on reconciliatory role between

1(1) medical professionals, patients and parents in the last stages of the care process. g,
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In most studies 172! 116 the model of collaboration — multidisciplinary, interdisciplinary or transdisciplinaryg was not explicitly mentioned. Still
N
most of the papers seemed to indicate a multidisciplinary approach in MDTs described as the simultaneous @ut independent contribution of two

or more team members. Two empirical studies 2! 22 and the mixed methods study® show that although participgnts referred to their team as a MDT

eo|u

or even interprofessional, their responses reflect a disintegrated approach.
o

In most studies, interaction among team members was mediated by a team coordinator who was responsible gor delegating and reviewing taks !
o

1820 The coordinator was usually one of the following specialists: endocrinologists ''®!%, geneticists *%,3 physician ', social worker '°, or

psychologist 2. Only in the study of Streuli and colleagues?! the MDT collaborated and cooperated with patiefis and parents without the mediation

edlwq

of a coordinator.
In most empirical '7-2! and theoretical ''-16 articles the model of collaboration was not explicitly mentioned bli(i:Lmost of the papers seem to indicate
that MDTS take a multidisciplinary approach insofar the teamwork was described as the simultaneous andéindependent contribution of two or
more team members. Only the mixed methods study of Sanders and colleagues ° included an interprofess%nal team approach where patients,
parents and members of the MDT actively cooperate in the treatment process in order to co-create knowledgegand improve the care of people with

VSC and help parents cope with their child’s condition.

judy u

As Liao and Roen ! pointed out medical professionals have more important role than psychologists who work is seen as non-intervention

¥20c

because it is not medical and it is as such often side-lined.
The most often mentioned barriers to multidisciplinary collaboration were lack of financial, organisational an:g financial resources at hospitals and
care centres for MDTS to be implemented and registered ''-1418, The key barrier to collaboration, e. g. forma_éon of MDTS in these centres is the
lack of specialists 121313 One fourth of the papers 122! stressed the absence of confidentiality between tean-a,f members, patients and parents as a
barrier to collaboration process. Two papers 420 pointed out the difficulties of diagnosis. The lack of coopet%tion between medical professionals

(=3
and psychologists and prevalence of medicalised approach was highlighted as a barrier in one case °. Only oée study 2! pointed out the emotional
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distancing and difficulties of medical professionals to distinguish facts from assumptions as obstacle to collafioration process. One fourth '3-17 of

the papers did not specify any barriers to collaboration process.

4. Ethical principles of MDT teams

T20¢ 1eqwadad

The most commonly cited ethical principles were informed consent 121416 and shared decision-making 13’1§17’18’20’21. However, only a minority
SILIZIT of papers provided an account of implementation of these two ethical principles. The papers 9’“’1%‘17 stated that parents needed to be
educated about the condition of their child and that parental fears need to be considered in the decision megz(ing process. Yet there was lack of
mention of how patients themselves growing up should be educated about their condition and actively invoéved in the decision-making process.
Only two papers mentioned the involvement of patients in the decision making process 1>, Two papers 13’2U§mphasized that the communication
between MDT and parents/patients in the process of making an ethical decision should be open and shouldgnclude the concerns of parents, but

not children.

uadospa

Discussion 2
The scoping review identified 12 studies that either empirically or theoretically provided an account of multi%sciplinary teams caring for patients
with VSC. Almost all articles stressed the importance of MDT, but under closer examination the exact natur%gs of collaboration remained unclear.
The prevalent approach seemed to be multidisciplinary, that is, collaboration in which different care providers%vork simultaneously but separately.

The papers rarely elaborated on implementation of multidisciplinarity let alone critically examine it.

‘L2

N
Research on MDT in other healthcare contexts suggests that it is not enough to have a unit of different health%are professionals working together
2324 but the responsibility, knowledge and authority should be flexibly shared and team members should belgve in cooperation 232327, However,
c
the studies in our scoping review failed to address these suggestions as there are no indicators to assess the ifhpact of the MDT which could lead

to improved care for people with VSC.

29]01d

The teamwork is usually coordinated by an endocrinologist, physician, and in a few instances by a psychologist, even though this was not always

(=3
empirically assessed, because the exact nature of the relationships withing the teams and their working pra(ZIices were not revealed. The papers
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clearly demonstrate the dominance of medical professionals over other healthcare experts and psychosocial car@ in the core teams which necessarily

include endocrinologists, urologists, and surgeon and to lesser extent psychologists, social worker, and ethicigt.

Our scoping review confirmed the findings that tendency toward a more medical-oriented structure (predoginance of doctors in the teams) of
N

multidisciplinary teams leads to poor collaboration and efficacy 27-3.

T<0

This was also partly confirmed by data on psychological support which is thought of and provided in termgof alleviating emotional distress of

parents facing the fact that they have a child with VSC. Psychological support is provided to mediate relag?ions between families and medical
o

} pa

professionals, but it seen as addition to the treatment provided by medical professionals. o
The account of psychological support revealed absence of child-centred approach and a lack of combined §hild centred approach with family-
oriented care as there was no mention of what kind psychological support is provided for people with VSC,‘i)ut only for their families. This was
reverberated in ethical principles as only two papers mentioned that the decision making process and informeéconsent should include people with
VSC. This might be due to the fact that the majority of papers focused on infants. Even though the majorité of papers focused on children and

©
adolescents, these studies failed to address the role and implementation of shared decision making for them3There was no mention of transition
o

o' [w

of care from adolescence to adulthood. None of the studies focused on the care of adults. 5
The lack of inclusion of patients’ perspective and preferences in the treatment of people with VSC and shared ciecision making process is consistent
with previous findings. According to these findings health care professionals stated that patient’s perspectiv% should be an important part of the
meetings of the MDT, but do not consider it beneficial to the meetings of MDTs 28. It is seen to be at the 0d<_§; with professionals standards, and
what is more medical professionals conflate shared decision making process with informed consent or there i%no awareness of the former term 2°.
Although some papers aimed to advocate for approach according to which teams educate their pa‘tien’g%r and even learn from them — the
interprofessional approach which seems to de-hierarchize the knowledge relations between patients and mé;%dical professionals — they remain a
minority within the current literature on medical collaboration in multidisciplinary teams working with peoplg with VSC °.

Limitations
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2 Some relevant studies might have been overlooked due to exclusion/inclusion criteria and the fact that there gre no validated or openly discussed
5 indicators of their quality. Nevertheless, our review provides an overview of the existing literature on collabofdtion of MDT caring for people with
6 3
7 VSC and provides important directions for further research that will hopefully lead to better care of people wath VSC. Therefore, we propose the
N
g more empirical research on the role of health care professionals in MDTs and more research on MDTs and a@lt care.
:(1) Conclusion g,
12 Teams caring for people with VSC are multidisciplinary as they consist of many different medical profq%sionals working side by side. The
13 . 4 . o ) . .
14 collaboration among them lacks cooperation and synthesized discipline approach as one team member —%sually a medical professional (an
o
12 endocrinologist, a geneticist or a physician), rarely a psychologist or a social worker, coordinates the management process while the rest of the
17 team members seem to work separately. Only a minority of team members come from disciplines such as sgcial work or psychology. The most
18 g
19 frequently cited ethical principles are shared decision making and informed consent, but both tend to focwszon parents rather than on patients.
20 . . . wal . Q. .
21 Future studies should pursue empirical research on MDT by examining in the detail the process of shared decigion making between MDT, parents,
©
22 adults and children. g
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5 The consensus statement from 2006 introduced multidisciplinary teams in the care of people with variations of sex characteristics. The teams have
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7 been introduced in the care, but the composition and the collaboration of the teams remain unexplored. The fBesent paper examined this gap. The
N

g results suggest that within the teams there is no real collaboration and that the teams are predominantly comp§sed of medical professionals.
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Multidisciplinary teams caring for people with variations of sex characteristics: M§th or reality?

o
A scoping literature review on the composition, collaboration, and ethical principles of m@ltidisciplinary teams
3

Abstract

MoQ ‘1¢0¢ 4eq

Background
In 2006 the Chicago consensus statement on the management of people with variations of sex characteristics (§SC) acknowledged the importance
of a multidisciplinary team (MDT) approach. The consensus update from 2016 reinforced the call for multi;gisciplinary collaborations between
medical professionals, parents and support groups, and proposed guidelines to improve shared decision making?_and patient centered care embedded
in ethical principles of self-determination and child participation. But there is little evidence that succesfullg multidisciplinary teams have been
implemented in clinical practice. ]

Methods and aims

dospaed(w

A scoping review was conducted to identify studies that address the collaboration and decision making process®f multidisciplinary teams providing
o

care of people with VSC to identify ideal and actual (1) team composition (2) models of collaboration and (35‘ ethical principles that MDT teams
o

follow. Six databases were systematically searched: CINAHIL, Medline, Psychinfo, Scopus, Socindex and §Neb of Science. No restriction was

]
placed on the type of methodology used in the studies. To frame the research, the Preferred Reporting Itemg for Systematic Reviews and Meta-

0

Analyses was used.

veoe ‘L2

Results
The MDT teams in the literature include mainly medical professionals: endocrinologists, urologists and surgeofgrs. The collaboration among medical
professionals in multidisciplinary teams lacks cooperation as one team member sets the taks of the team while _(Cs?:ach professionals works separately.
Despite the importance of psycho-social support the involvement of pschologists remains secondary. The é:nplementation of ethical principles

tends to exclude people with VSC.
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The care of people with VSC descibed in the papers is medically oriented as the team members are magnly medical professionals working

separately. MDT tend to exclude people with VSC despite references to shared decision making processes @nd informed consent. There was no
N

mention of adult care and lack of inclusion of patient's perspective in the care process. The future research s§0uld do more empirical research of

MDTs.

peojumog

Key words: multidisciplinary teams, shared decision making, people with variations of sex characterisﬁcs/differences of sex development

(DSD), patient-centred care

Introduction

dospaediwg//:dny wol

Variations of sex characteristics (VSC) demand a multidisciplinary care approach !, because human sex is dete%nined by multiple factors ?: genetic,
gonadal, hormonal, phenotypic, and psychological sex. The need to bring together a broad range of health cgi;re professionals to provide care for
people with VSC has been recognized also by the Chicago consensus statement of 2006 34, The consensus statgment has introduced new guidelines
for the care of people with VSC and their families. These recommendations include: (1) the provision of long-t%m multidisciplinary care (including
psycho-social support), open and on-going communication, the deferral of early cosmetic surgeries until the _Ege of informed consent and the use
of a new medical umbrella term DSD 3. According to the consensus statement, multidisciplinary teams%MDT) are to include: (paediatric)
endocrinologists, urologists, surgeons, psychiatrists/psychologists, gynaecologists, geneticists, neonatologi&s; and if available: social workers,
nurses and medical ethicists 3. The MDT team should educate other health care professionals involved in_éthe treatment of people with VSC,
communicate with family members under supervision of a (health) care professional and develop a plan for c-ﬁ:nical management 346, Care should
3
be patient-centered and focus on children’s growing capabilities to participate in decisions regarding their he@lth and thus pose a limit to parental

authority 2.
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The updated consensus statement of 2016 seemed to recognize this important paradigm shift in children’s rights by considering shared decision-
o

making as “the crux of patient-centred care”. Healthcare experts should share their knowledge but also theif uncertainties in care and outcomes
3

with patients and families and give them enough time and support to make fully informed decisions.

13Q

A crucial aspect of this patient-centered, individualized care approach is the endorsement by the Chicago cogsensus of healthcare teams that are
composed of different provider types. Such teams can be multidisciplinary, interdisciplinary and transdisc?linary depending on the degree of
collaboration 4. The Chicago consensus doesnot specify which MDT would be the most appropriate. Howe%er the 2016 update defines types of
collaboration in detail. In multidisciplinary teams two or more team members work simultaneously but separ%ely; interdisciplinary teams involve
the joint work of professionals from different disciplines sharing knowledge and skills to address a common pr§blem and in transdisciplinary teams
various disciplines are brought together to create new ways of solving problems and share resposibility of ég.re 4. Although Lee and colleagues*
explain the differences between these types of teams, they do not give any practical indications on how to s%up such teams, nor do they explain

which type of team is more suitable in which kind of context.

dospa

Studies suggest that regular MDT meetings may result in active deferral of early cosmetic surgeries’. On the éne hand, data seems to suggest that
the majority of teams in Europe accepts the MDT approach while other studies portray a less optimistic situatgon. Moreover, empirical data on the
actual functioning of MDT, their collaboration with patients and families as well as their efficacy remain poorﬁy documented ¥°. It is often unclear,
in fact, who is actually included in the team, what the role of each team member is, how various healthcare pzi’)fessionals collaborate, how people

with VSC and their families are involved in the decision-making process regarding their health and what im[i_éct MDT have on care management

¥20c

and patient well-being.

The following paper aims to critically examine the existing scientific literature on the composition of MD"lgin the care of people with VSC, to

1san

describe the implementation of multidisciplinary teams in the care of people with VSC.

-
For this purpose, the manuscript aims to identify ideal and actual (1) MDT composition; (2) models of collabgration and (3) ethical principles that
guide MDT teams. It further aims to identify possible barriers to the adequate implementation of MDT an‘i examine any assessments of their

(=3
impact on the care of persons with VSC. Finally, the review aims to identify possible gaps in the existing reséarch on MDT.

1ybuAd
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7 Given the broad aim of the research question, a scoping review was conducted to provide an overview and critgal analysis of the existing literature
N
g on MDT caring for people with VSC. We searched the following data bases: CINAHIL, Medline, Psych@fo, Scopus, Socindex and Web of
1(1) Science. The research terms were selected after discussions within the research team and extensive backgroutgi reading on the topic (see Table 1).
12 Inclusion criteria were: published in peer reviewed journals between 2006-2021, written in English, Germén or French. A 15-year publication
13 . { . . . ) . .
14 window was chosen to capture all studies that were published after the publication of the Chicago consenius statement of 2006. In line with
o
:2 scoping reviews, no restriction was placed on they type of study (theoretical, intervention, quantitative, qua@tative or mixed method) However,
17 book chapters, literature reviews, expert reports, commentaries, conference abstracts and books were eiicluded. Given that in the medical
18 g
19 community the acronym DSD is prevalent, we used it as a search term together with intersex. Terms suc%as “diverse sex development” and
20 .. . . o
21 “variations of sex development” were not included in the search query because although these research terms age often relevant for affected persons
©
;g and activists, they are not yet ingrained in the scientific literature and the preliminary searches gave no additidnal results when using these terms.
o
24 %
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Table 1: Search query
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Search terms

WoS

Scopus

Medline

CINAHIL

Psychinf

Socioindex

(intersex* OR "disorders of sex development" OR
"differences of sex development" OR "genital
ambiguity")

8,312

7,018

2,287

466

930

331

(child* OR minor* OR infant* OR newborn* OR baby
OR babies OR paediatr* OR pediatr* OR boy* OR
girl* OR neonat* OR adolescent*)

4,111,869

2,875,699

1,258,637

523,079

541,804

132,823

(ethic* OR decision* OR issue* OR "decision making"
OR "masculinizing surgery" OR "feminizing surgery"
OR "genetic selection" OR "psychosocial support" OR
"genital surgery" OR "surgical intervention" OR
"hormone replacement therapy" OR standard* OR
guidelines OR "best interest" OR harm* OR "human
rights" OR autonom* OR assessment OR evaluation
OR care OR medical management)

12,727,466

1,520,839

3,237,731

1,270,357

986,407

986,407

(multidisciplinar* OR interdisciplinar® OR
interprofession* OR multilateral OR transdisciplinar*
OR transprofession* OR holis*)

345,970

343,642

116,958

57,007

48,329

11,091

(intersex* OR "disorders of sex development" OR
"differences of sex development" OR "genital
ambiguity") AND (child* OR minor* OR infant* OR
newborn* OR baby OR babies OR paediatr* OR
pediatr* OR boy* OR girl* OR neonat* OR
adolescent™) AND (ethic* OR decision* OR issue* OR
"decision making" OR "masculinizing surgery" OR
"feminizing surgery" OR "genetic selection" OR
"psychosocial support" OR "genital surgery" OR
"surgical intervention" OR "hormone replacement
therapy" OR standard* OR guidelines OR "best
interest" OR harm* OR "human rights" OR autonom*
OR assessment OR evaluation OR care OR medical
management) AND (multidisciplinar®* OR
interdisciplinar® OR interprofession®* OR multilateral
OR transdisciplinar* OR transprofession* OR holis*)

189

102

82

26

N
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We followed the Preferred Reporting Items for Systematic Reviews and Meta-Analyses (PRISMA) guideliges 10 (see Figure 1). The combined
research of 6 databases gave 415 results and 1 article was added through other sources. After deduplicating (u%ing Zotero) 251 units remained and
were further screened on the basis of title and abstract. The articles that refered to intersex or DSD, but did n§t refer to MDT were excluded. The
screening process of the first author was checked and unified with the second author, who confirmed whicg articles were eligible based on the
abstract. The first screening gave 35 results. After that the references of the already selected studies were c@cked to identify additional studies.
This resulted in a final sample of 37 units. In the next step, the first and second author then read the full text i;ersions of these articles. 25 records
were excluded because they only loosely referred to MDT and either (1) failed to list which healthcare profe:%sionals are part of MDT; (2) made
not reference to MDT collaboration models; (3) almost exclusively focused on the clinical management or psicho-social care of people with VSC;
(4) or discussed the role of only one MDT member, without any description of their collaboration with otheéeam members.

Figure 1: Search process using PRISMA Systematic Review of Literature

g uadospa

The data from the selected 12 articles was extracted by making a Microsoft Excel spreadsheet, secured and%wailable to all team members. The
o

spreadsheet included sections for authors name, year of publication, country of origin, name of the journal, stucg' design, data analysis, key findings,
]

patient age cohort, intersex variation, medical management, psychosocial care, composition of the team, appZoaches to collaboration, conceptual

1ssues, ethical framework.

Results

1s8anb Aq 202 ‘22 |

1. General characteristics of included studies
a

Out of the final 12 articles 6 were theoretical ''-16, 5 were empirical '"?! and 1 was a mixed methods study%‘). One third (4) of the articles were

published in the UK *-11:12.18 'the other third in the USA 13151720 and the remaining third came from Switzerlaﬁd and Germany 2!, Sweden and UK
(=3

19" Australia '¢ and Germany !4 (see Table 2).
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Table 2: Included Studies &
(@]
N 1)) N
Stud Patient ) .. oApproaches to Conceptual Ethical
Author | Year | Country Y Psychosocial care Composition of team g PP . neep
design | cohort 5 collaboration issues framework
" B D 5. " N N
Clinical psychologist should examine carly endocrlnologl§t, surgeon Paediatric endocrinologist
. . o and/or urologist, clinical Should take the role of .
) emotions of people with VSC, facilitate . P N . Sy informed
Ahmed et. al. | 2016 UK theoretical | adolescents . . psychologist/psychiatrist, = coordinator of sex multidisciplinary
adjustment of parents to new-born, informed . . s - consent
L . radiologist, nurse and aggignment and decision-
decision-making process. . o .
neonatologist. < making process.
endocrlnolqglst, (paediatric) g’sychologlst has the Informed
Psychologist as mediator between physicians and urologist/surgeon, cfcial role, manages the consent and
Brain et. al. 2010 UK theoretical | new-borns - gynaecologist, psychologist, ®  process of multidisciplinary .
patients - . L . decision
biochemist, clinical/molecular | cemmunication between .
. - .. o making
geneticist, ethicist ysicians and families
Psychos0c1al' suppqrt was provided: I:lSk and endocrinologist, urologist, and ghmcal professional Shared
Chawla et. . . benefits including the psychological o g covrdinates the team and Sy ..
2019 USA empirical an infant . X L paediatric, surgeon, clinical = L ) multidisciplinary decision
al. consequences of having atypical genitalia . siared decision-making .
. : - coordinator 3 making
were reviewed with the family. . process
.. . . A team coordinator is
Physician, endocrinologist, . . .
nurse, counsellors, geneticist igportant in the creation
infants, Psychosocial support should cover family ae di’atric urolo i; t sur eon’ @ the service as well as Shared
Gomez Lobo | 2014 USA theoretical | children, support and facilitation of the decision-making p radioloist b%oe{hicifs;t ’ &going functioning of | multidisciplinary decision
adolescents process regarding medical treatment. g1st, L the team and the team making
gynaecologist - focus in this
article =hould educate other
‘ hgalth care professionals
mologi 3
endocrinologist, o Patient navigator
surgeon/urologist, S .
. . infants psychologist, gynaecologist co'ordllnates e informed
Hiort et. al. 2014 D theoretical g / .. i A . communication between | multidisciplinary
children geneticist, molecular biologist, = o . consent
. . / p{)hents/ families with the
radiologist, pathologist,
- . ~N team.
biochemist. o
— - - &
. paedlaltr}c endocrlp 910g1$t’ PdRdiatric endocrinologist
Kyriakou et. .. . clinical geneticist, . e Informed
2016 UK empirical children / U . has the central role in the | multidisciplinary
al. paediatrician, neonatologist, < consent
. R « team.
adult endocrinologist =
- - @
Psychologists' role is pushed aside in the begging gynaeco} ogists, urologists, T€am means a collection
. S . . paediatric surgeons, . .
Liao and 2019 UK, SE empirical children of examination. The psychologist sometimes endocrinologists, geneticists offpecialists - there is no multidisciplina; /
Roen ’ P mediates the emotional mess to prevent patients EISTS, & i %al collaboration, it is pinary

from disengaging with the service.

psychologists and nurse
specialists.

refgler multi-professional.
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1
2
3 fFhe development of a
4 paediatric endocrinologist, a g team requires
5 Moran and infants psychiatrist, and/or social worker can provide paediatric urologist and/or 8 coordination in the shared
6 Karkazis 2012 USA theoretical chil dre;1 early and ongoing psychosocial care and access surgeon, and a psychologist, g planning, multidisciplinary decision
7 to support resources for parents and patients. psychiatrist, and/or social Ymplementation, and making.
8 worker fighctioning stages, and a
Q9 team coordinator.
9 specialists in medical genetics, =
10 i O
Psychosocial support for families: parents are cytogenetics, gynaepology, Q S
11 given pragmatic, age-appropriate and reproductive e role of geneticists is shared
121 parisi et. al. 2007 USA empirical mfants, recommendations for disclosure of a diagnosis of endqcrlpology.amhi the .Ig;ghllghted and m the multidisciplinary decision
13 children L o i paediatric specialties of immtial stages coordinates .
a DSD to a child in an honest, non-stigmatizing . ® making
14 manner urology, endocrinology, o the team.
: adolescent medicine, and 3
15 psychiatry. 3
16 . . . = Patients are also
17 Endocrinologist and geneticist -_E;_’e ducators: eencral
18 were always present. In nine (§cussions a;b%) ut which
out of 10 clinics .
19 urologist and psychologist. FBpics or concerns were
. . ¢ . . . Sikely to be raised in
20 | Sanders et. mixed children, The nurse and psychologists are information Gynaecologists were present . . . .
2017 UK .S ; .. h cHnic as issues based on interprofessional /
21 al. method adolescents exchange agents acting in an advocacy role. in seven clinics, while the Sonnection to families
22 nurse attended three clinics .
. . %lped professionals to
23 since only one site had a nurse | ., ; Ily think about what's
24 as a consistent and integral @oin to happen in a
25 member of the team. ? cgnsul tart)ilz)n s
26 Paediatric endocrinologist, g
57 psychologist, specialist in S interprofessional shared and
sexual medicine, child and ZThe team members information
) S
28 Streuli et. al 2012 CH.D empirical children Psychosocial care is shared and provided or at adolescent psychiatrist, =Zollaborate with each forrr(l(;;ll}i/nprreoali ¢ based
29 ’ > P least considered by all MDTs. paediatric surgeon, social Nther, family and the 1’ tis Y decision
30 worker, study nurse, I patient. S making
. . o multidisciplinary
31 gynaecologist, neonatologist, o process
32 member of a support group i
- . o . < The biomedical
33
34 Vora and neonates, Ftlilhee (;rlgrllltcsa’lla)lrlljsycc)lﬁilloglesﬁsco?sa ﬁlgle?sstz‘;s;ilrrllg endocrinologist, urologist aessment is most often Informed
. 2010 AU theoretical | children, P and youns p - ng E1sL, UTOIOgISt, Y coordinated by the multidisciplinary
35| Srinivasan of information discussed and provide family gynaecologist | b consent?
adolescents support in a culturally sensitive manner D pacdiatric
36 PP Y ) S endocrinologist.
37 o
38 g
39 g
40 3
ke
41 =
42 g
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Only two empirical studies '-'® addressed MDT in relation to a specific VSC: CAH and 46, XY DSD. Other sfudies either referred to a wide array

of VSC: 171420 or provided no specification %13-16:1921 (see Table 2).

wa9aq

The majority of studies discussed MDTs in relation to infants and children 12151721, Two studies referred to dhildren and adolescents *!¢ and only
N
one focused exclusively on adolescents '!. Overall the focus on adolescents was limited and none of the pap&ss discussed MDT in relationship to

adults (see Table 2).

umoq ‘T

Except for 171 most studies referred to VSC in terms of disorders/differences of sex development and usgd the acronym without any critical

reflection or explanation of it %!11-16.18.20.21 Two papers explicitly referred to VSC as a pathology -1,

2. The ideal and actual composition of MDT.
According to most theoretical studies MDT ideally consist of an endocrinologist, an urologist, and a surggon !'"'°, Some papers also include

geneticists -14, psychologists !'-13, gynaecologists 1271416 and radiologists '1:13-14,

dospee%%wq//:dnu woJj pap

However in practice, the core team was composed of endocrinologists %!72!, accompanied almost alw@ys by urologists/surgeons 171921

09°lwg

geneticists *1820 gynaecologists >'°-2! and psychologist/psychiatrists *19-21,
The vast majority of articles considered multiple methods of medical management as being the task OE MDTs: genetic testing (including
karyotyping), biomedical assessment (such as hormone levels, blood and urine tests), genital surgery and ul@sounds 11-14,16-21 1 egg than half of
the papers suggest that in the MDTs each specialist is singularly responsible for the medical management !~ 14997 Half of the papers did not specify
the responsibility for medical management %!6:18-21_ Only one paper ! argued that specialists should talk to Bach other about their medical tasks

and collaborate with coordinator.

nb Aq

Next to medical management, psychosocial care was considered by 6 articles to be a key task of MDT2 This role was mostly ascribed to
)

psychologists °-11-13.16.19 Tn only one paper psychosocial care was said to be provided by all the members of the team 21

Most studies focused on the importance of psychosocial support for parents to help them cope with their chil(ﬁbeing intersex '1.13:16, Pgychologists

(=3
should provide them information, connect parents them to support groups '3!6 and function as mediatogs between parents and health care

1ybuAdo
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2 professionals to facilitate the decision-making process '>!3. Ahmed and colleagues !! argued that psychosogial support ought to be provided to
o

5 people with VSC in general to help them cope with the whole process. Only one empirical study ' focused3on psycho-social support as part of

6

7 MDT. The authors found out that in the initial phases of the multidisciplinary care psycho-social counselling is secondary to medical treatment.
N

g What is more psychologists rarely collaborate with medical professionals and the former take on reconciliatoq@role between medical professionals,

1(1) patients and parents in the last stages of the care process. g,

12 §_,

13 ®

14 g

15 E

16 =y

17 g

18 S

19 g'

20 3

21 é

22 o

23 o

24 2

25 5

26 o

27 >

28 g

29 N

30 2,

31 N
N

32 o

33 a

3 3

35 T

36 S

37 3

38 g

39 3

40 3

41 2

42 g
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3. Models of collaboration & barriers
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In most studies 172! 116 the model of collaboration — multidisciplinary, interdisciplinary or transdisciplinaryg was not explicitly mentioned. Still
N
most of the papers seemed to indicate a multidisciplinary approach in MDTs described as the simultaneous @ut independent contribution of two

or more team members. Two empirical studies 2! 22 and the mixed methods study® show that although participgnts referred to their team as a MDT

eo|u

or even interprofessional, their responses reflect a disintegrated approach.
In most studies, interaction among team members was mediated by a team coordinator who was responsible gor delegating and reviewing taks !
18,20 The coordinator was usually one of the following specialists: endocrinologists 1618 geneticists 20,:%1 physician '3, social worker 13, or
psychologist 2. Only in the study of Streuli and colleagues?! the MDT collaborated and cooperated with patiefis and parents without the mediation

of a coordinator.

edlwq

@

In most empirical 72! and theoretical '~'° articles the model of collaboration was not explicitly mentioned buf most of the papers seem to indicate
©

that MDTs take a multidisciplinary approach insofar the teamwork was described as the simultaneous and indépendent contribution of two or more
o

team members. Only the mixed methods study of Sanders and colleagues ° included an interprofessional tea%m approach where patients, parents
o

and members of the MDT actively cooperate in the treatment process in order to co-create knowledge and ingtprove the care of people with VSC
]

dy

and help parents cope with their child’s condition.

work 1s seen as non-intervention

Z

As Liao and Roen ! pointed out medical professionals have more important role than psychologists who

because it is not medical and it is as such often side-lined.

¥20c

The most often mentioned barriers to multidisciplinary collaboration were lack of financial, organisational an:g financial resources at hospitals and
care centres for MDTs to be implemented and registered ''-14!3. The key barrier to collaboration, e. g. forma@on of MDTs in these centres is the
lack of specialists 121313 One fourth of the papers 122! stressed the absence of confidentiality between tean-a,f members, patients and parents as a
barrier to collaboration process because sharing information can be distressing to parents to the point where Sgiley cannot participate in the shared

decision making process.

1ybuAdoo Aq
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Two papers 420 pointed out the difficulties of diagnosis referred to as the time of diagnosis and the precisdzdetermination of VSC. The lack of
cooperation between medical professionals and psychologists and prevalence of medicalised approach was hgghlighted as a barrier in one case '°.
Only one study 2! pointed out the emotional distancing and difficulties of medical professionals to distinguisE facts from assumptions as obstacle

to collaboration process. One fourth '>-17 of the papers did not specify any barriers to collaboration process.

eOjUMOQ "T20¢

4. Ethical principles of MDT teams
The most commonly cited ethical principles were informed consent '11214.16 and shared decision-making 13’%17’18’20’21. However, only a minority
%ILIZIT of papers provided an account of implementation of these two ethical principles. The papers 9’“71%7 stated that parents needed to be
educated about the condition of their child and that parental fears need to be considered in the decision m%ing process. Yet there was lack of
mention of how patients themselves growing up should be educated about their condition and actively invo%ed in the decision-making process.
Only two papers mentioned the involvement of patients in the decision making process '3, Two papers 13ﬂ%mphasized that the communication
between MDT and parents/patients in the process of making an ethical decision should be open and shouldénclude the concerns of parents, but
not children.

Discussion

uo Jwo’fw

The scoping review identified 12 studies that either empirically or theoretically provided an account of multijsciplinary teams caring for patients

with VSC. Almost all articles stressed the importance of MDT, but under closer examination the exact natulfg] of collaboration remained unclear.
N

The prevalent approach seemed to be multidisciplinary, that is, collaboration in which different care providers@vork simultaneously but separately.

The papers rarely elaborated on implementation of multidisciplinarity let alone critically examine it.

nb Aq

Research on MDT in other healthcare contexts suggests that it is not enough to have a unit of different healthfare professionals working together
)

2324 but the responsibility, knowledge and authority should be flexibly shared and team members should beli%ve in cooperation 23->-27, However,
Q

the studies in our scoping review failed to address these suggestions as there are no indicators to assess the ifipact of the MDT which could lead

to improved care for people with VSC.

1ybuAdoo Aq
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The teamwork is usually coordinated by an endocrinologist, physician, and in a few instances by a psychologist, even though this was not always
empirically assessed, because the exact nature of the relationships withing the teams and their working praéices were not revealed. The papers
clearly demonstrate the dominance of medical professionals over other healthcare experts and psychosocial carg in the core teams which necessarily
include endocrinologists, urologists, and surgeon and to lesser extent psychologists, social worker, and ethicig.

Our scoping review confirmed the findings that tendency toward a more medical-oriented structure (predoglinance of doctors in the teams) of

eo|u

multidisciplinary teams leads to poor collaboration and efficacy 27-?%.
o

This was also partly confirmed by data on psychological support which is thought of and provided in terms (gbgf “alleviating emotional distress of

parents facing the fact that they have a child with VSC”. Psychological support is provided to mediate rela_iions between families and medical

professionals, but it seen as addition to the treatment provided by medical professionals.

a/-dy

The account of psychological support revealed absence of child-centred approach and a lack of combined ghild centred approach with family-
oriented care as there was no mention of what kind psychological support is provided for people with VSC, %ut only for their families. This was
reverberated in ethical principles as only two papers mentioned that the decision making process and informe-é;consent should include people with
VSC. This might be since the majority of papers focused on infants and children, however these stu&ies failed to address the role and
implementation of shared decision making for them. The studies also did not refer to care of adults and tréﬂsition of care from adolescence to
adulthood.

The lack of inclusion of patients’ perspective and preferences in the treatment of people with VSC and sh_gired decision making process in the

dy

N
examined literature is consistent with previous findings. According to these findings health care profession}@ls stated that patient’s perspectives
should be an important part of the meetings of the MDT, but do not consider it beneficial to the meetings ofg/IDTs 28 Tt is seen to be at the odds
c
with professionals standards, and what is more medical professionals conflate shared decision making procdss with informed consent or there is

no awareness of the former term 2°.
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Although some papers aimed to advocate for approach according to which teams educate their patients and even learn from them — the
o
interprofessional approach which seems to de-hierarchize the knowledge relations between patients and mgdical professionals — they remain a

minority within the current literature on medical collaboration in multidisciplinary teams working with peoplg with VSC °.
N

Limitations S
The scoping review explored the existing literature on MDTs examining the collaboration processes and ethicegJ frameworks. Some relevant studies
might have been overlooked due to exclusion/inclusion criteria, e. g. conference abstracts and grey literatu?e might have provided information
from patients on the MDTs. Nevertheless, our review provides an overview of the existing literature on collgporation of MDT caring for people
with VSC and provides important directions for further research that will hopefully lead to better care of peoée with VSC. Therefore we propose
the following suggestions for future research: investigating the role of the health care professionals in the te!st in the decision making process;
examining the nature of relationship between patients and MDTs; examining the lack of care for adults anﬂé- transition; more research on how
MDTs can actually work together; researching new models of collaboration within the MDTs and how the%‘relate to ethical dilemmas working
°

with people with VSC: informed consent vs. growing mental capabilities of children and their rights to participate in their treatment.
o

o' [w

Conclusion 5
The scoping review revealed that teams caring for people with VSC are seemingly multidisciplinary. TEe collaboration among them lacks
cooperation and synthesized discipline approach as one team member — usually a medical professional (%1 endocrinologist, a geneticist or a
physician), rarely a psychologist or a social worker, coordinates the management process while the rest (‘;f the team members seem to work
separately. Only a minority of team members come from disciplines such as social work or psychology. The m§st frequently cited ethical principles
are shared decision making and informed consent, but both tend to focus on parents rather than on patients. Fliure studies should pursue empirical

c
research on MDT by examining in the detail the process of shared decision making between MDT, parents, adults and children.

Author disclosure statement

No competing financial interests exist.

1ybuAdoo Aq paroailold

https://mc.manuscriptcentral.com/bmjpo


http://bmjpaedsopen.bmj.com/

oNOYTULT D WN =

BMJ Paediatrics Open Page 18 of 19

Funding information

8390 ST U0 LS2T00-T20C-C

The authors would like to thank Research Executive Agency (REA) — European Commission for their financgal support (859869 — INIA).

References

&M "Tz0z Jequi

1. Wiesemann C. Ethical guidelines for the clinical management of intersex. Sex Dev Genet Mol Biol Evol
Determ Differ. 2010;4(4-5):300-303. doi:10.1159/000316232

docrinol Embryol Pathol Sex

;%apeom/v\

2. Cresti M, Nave E, Lala R. Intersexual Births: The Epistemology of Sex and Ethics of Sex Assignment. J Bi
do0i:10.1007/s11673-018-9880-7

thical Ing. 2018;15(4):557-568.

rders. Arch Dis Child.

/eony wou

3.  Hughes IA, Houk C, Ahmed SF, Lee PA, Group LC. Consensus statement on management of intersex dis
2006;91(7):554-563. doi:10.1136/adc.2006.098319

tions, Approach and Care. Horm

O.gJSEd[lUC]

4. Lee PA, Nordenstrom A, Houk CP, et al. Global Disorders of Sex Development Update since 2006: Perc
Res Paediatr. 2016;85(3):158-180. doi:10.1159/000442975

5. Pasterski V, Prentice P, Hughes IA. Impact of the consensus statement and the new DSD classification gystem. Best Pract Res Clin

Endocrinol Metab. 2010;24(2):187-195. doi:10.1016/j.beem.2009.11.004

@y uo ywoddwq uad

6. Cools M, Nordenstrom A, Robeva R, et al. Caring for individuals with a difference of sex development

SD): A Consensus Statement. Nat
Rev Endocrinol. 2018;14(7):415-429. doi:10.1038/s41574-018-0010-8 '

7. Komal A, Vora C, Bergmann P, et. al. Multidisciplinary team (MDT) review of management decisions indisorders/differences of sex

development (DSD): Experience of two paediatric tertiary hospital network. In: ; 2016.

6 Aq vepz ‘12

c
8. Prandelli M, Testoni I. Inside the doctor’s office. Talking about intersex with Italian health professional_é", Cult Health Sex. 2021;23(4):484-

499. doi:10.1080/13691058.2020.1805641 2
@
9. Sanders C, Edwards Z, Keegan K. Exploring stakeholder experiences of interprofessional teamwork in séx development outpatient clinics. J
Interprof Care. 2017;31(3):376-385. d0i:10.1080/13561820.2016.1272559 g
(@}
g
L§

https://mc.manuscriptcentral.com/bmjpo


http://bmjpaedsopen.bmj.com/

Page 19 of 19

oNOYTULT D WN =

10.

11.

12.

13.

14.

15.

16.

17.

18.

19.

20.

BMJ Paediatrics Open

uo /G2T100-T20¢-C

Shamseer L, Moher D, Clarke M, et al. Preferred reporting items for systematic review and meta- analy’sis protocols (PRISMA-P) 2015:
elaboration and explanation. BMJ. 2015;349:g7647. doi:10.1136/bmj.g7647

wada g

Ahmed SF, Achermann JC, Arlt W, et al. Society for Endocrinology - UK guidance on the initial evaluatid® of an infant or an adolescent
with a suspected disorder of sex development (Revised 2015). Clin Endocrinol (Oxf). 2016;84(5):771—7%. doi:10.1111/cen.12857

Brain CE, Creighton SM, Mushtaq |, et al. Holistic management of DSD. Best Pract Res Clin Endocrinol I\/taab 2010;24(2):335-354.
d0i:10.1016/j.beem.2010.01.006

um

6

QD

[oX
Gomez-Lobo V. Multidisciplinary care for individuals with disorders of sex development. Curr Opin Obsket Gynecol. 2014;26(5):366-371.
doi:10.1097/GC0.0000000000000101

>0
Hiort O, Birnbaum W, Marshall L, et al. Management of disorders of sex development. Nat Rev Endocriiol. 2014;10(9):520-529.
d0i:10.1038/nrendo.2014.108 f

e

o
3
=
3
)
@

Moran ME, Karkazis K. Developing a Multidisciplinary Team for Disorders of Sex Development: Planning, Implementation, and Operation
Tools for Care Providers. Adv Urol. 2012;2012. doi:10.1155/2012/604135 E

o
Vora KA, Srinivasan S. A guide to differences/disorders of sex development/intersex in children and adglescents. Aust J Gen Pract.
2020;49(7):417-422. doi:10.31128/ajgp-03-20-5266

)W

uo /Wo

Chawla R, Weidler EM, Hernandez J, Grimbsy G, van Leeuwen K. Utilization of a shared decision—maklngtool in a female infant with
congenital adrenal hyperplasia and genital ambiguity. J Pediatr Endocrinol Metab. 2019;32(6):643-646,30i:10.1515/jpem-2018-0567
N

Kyriakou A, Dessens A, Bryce J, et al. Current models of care for disorders of sex development - results%om an International survey of
specialist centres. Orphanet J Rare Dis. 2016;11(1):1-10. doi:10.1186/s13023-016-0534-8

onb Ag

Liao L-M, Roen K. The role of psychologists in multi-disciplinary teams for intersex/diverse sex developgment: interviews with British and
Swedish clinical specialists. Psychol Sex. Published online 2019. doi:10.1080/19419899.2019.1689158 X 'U

23101

—

Parisi MA, Ramsdell LA, Burns MW, et al. A Gender Assessment Team: experience with 250 patients ov@r a period of 25 years. Genet Med.
2007;9(6):348-357. doi:10.1097/GIM.0b013e3180653c47

1ybuAdoo Aq

https://mc.manuscriptcentral.com/bmjpo


http://bmjpaedsopen.bmj.com/

oNOYTULT D WN =

21.

22.

23.

24.

25.

26.

27.

28.

29.

BMJ Paediatrics Open Page 20 of 19

uo /G2T100-T20¢-C

Streuli JC, Koéhler B, Werner-Rosen K, Mitchell C. DSD and professionalism from a multilateral view: Sugplementing the consensus
statement on the basis of a qualitative survey. Adv Urol. 2012;2012:185787. doi:10.1155/2012/185785
]

3
Liao L-M, Roen K. The role of psychologists in multi-disciplinary teams for intersex/diverse sex developgent: interviews with British and

Swedish clinical specialists. Psychol Sex. Published online 2019:1-15.

'T20¢

Durand F, Fleury M-J. A multilevel study of patient-centered care perceptions in mental health teams. EMC Health Serv Res.
2021;21(1):44. doi:10.1186/s12913-020-06054-z

peojum

Mayo AT, Woolley AW. Teamwork in Health Care: Maximizing Collective Intelligence via Inclusive Colla§oration and Open
Communication. AMA J Ethics. 2016;18(9):933-940. doi:10.1001/journaIofethics.2016.18.9.5tasZ—1609§

>0
Choi BCK, P AW. Multidisciplinarity, interdisciplinarity, and transdisciplinarity in health research, servicﬁs education and policy: 3.
Discipline, inter-discipline distance, and selection of discipline. Clin Invest Med. Published online February 1, 2008:E41-E48.
do0i:10.25011/cim.v31i1.3140

ospaed]

Morley L, Cashell A. Collaboration in Health Care. J Med Imaging Radiat Sci. 2017;48(2):207-216. doi:18.1016/j.jmir.2017.02.071

wq'u

Saint-Pierre C, Herskovic V, Sepulveda M. Multidisciplinary collaboration in primary care: a systematlcgewew Fam Pract. 2018;35(2):132-
141. doi:10.1093/fampra/cmx085

uo /Wo

Rosell L, Alexandersson N, Hagberg O, Nilbert M. Benefits, barriers and opinions on multidisciplinary t@m meetings: a survey in Swedish
cancer care. BMC Health Serv Res. 2018;18(1):249. doi:10.1186/s12913-018-2990-4

rAvr Al

Hayes D, Edbrooke-Childs J, Town R, Wolpert M, Midgley N. Barriers and facilitators to shared decisionﬁnaking in child and youth mental
health: clinician perspectives using the Theoretical Domains Framework. Eur Child Adolesc Psychiatry. 2019 28(5):655-666.
do0i:10.1007/s00787-018-1230-0

1ybuAdoo Aq paloaloid '1sanb

https://mc.manuscriptcentral.com/bmjpo


http://bmjpaedsopen.bmj.com/

BMJ Paediatrics Open

BMJ Paediatrics Open

Multidisciplinary teams caring for people with variations of
sex characteristics: Myth or reality?

Journal:

BMJ Paediatrics Open

Manuscript ID

bmjpo-2021-001257.R2

Article Type:

Original research

Date Submitted by the
Author:

11-Oct-2021

Complete List of Authors:

Gramc, Martin; Universitat Zirich, Institute of Biomedical Ethics and
History of Medcine

Streuli, JUrg; University of Zurich Institute of Biomedical Ethics History of
Medicine

de Clercq, Eva; University of Zurich Institute of Biomedical Ethics History
of Medicine

Keywords:

Ethics, Health services research, Qualitative research

SCHOLARONE™
Manuscripts

https://mc.manuscriptcentral.com/bmjpo

yBuAdoo Aq paraalold 1senb Aq 120z ‘2z Iudy uo /woo’wg uadospaediway/:dny woly papeojumoq ‘TZ0Z Jequadad GT Uo LG2T00-TZ0z-0dlwag/9eTT 0T st paysiignd 1suy :odlwg


http://bmjpaedsopen.bmj.com/

Page 1 of 20

oNOYTULT D WN =

BMJ Paediatrics Open

BM)

I, the Submitting Author has the right to grant and does grant on behalf of all authors of the Work (as defined
in the below author licence), an exclusive licence and/or a non-exclusive licence for contributions from authors
who are: i) UK Crown employees; ii) where BMJ has agreed a CC-BY licence shall apply, and/or iii) in accordance
with the terms applicable for US Federal Government officers or employees acting as part of their official
duties; on a worldwide, perpetual, irrevocable, royalty-free basis to BMJ Publishing Group Ltd (“BMJ”) its
licensees and where the relevant Journal is co-owned by BMJ to the co-owners of the Journal, to publish the
Work in this journal and any other BMJ products and to exploit all rights, as set out in our licence.

The Submitting Author accepts and understands that any supply made under these terms is made by BMJ to
the Submitting Author unless you are acting as an employee on behalf of your employer or a postgraduate
student of an affiliated institution which is paying any applicable article publishing charge (“APC”) for Open
Access articles. Where the Submitting Author wishes to make the Work available on an Open Access basis (and
intends to pay the relevant APC), the terms of reuse of such Open Access shall be governed by a Creative
Commons licence — details of these licences and which Creative Commons licence will apply to this Work are set
out in our licence referred to above.

Other than as permitted in any relevant BMJ Author’s Self Archiving Policies, | confirm this Work has not been
accepted for publication elsewhere, is not being considered for publication elsewhere and does not duplicate
material already published. | confirm all authors consent to publication of this Work and authorise the granting
of this licence.

https://mc.manuscriptcentral.com/bmjpo

T


https://authors.bmj.com/wp-content/uploads/2018/11/BMJ_Journals_Combined_Author_Licence_2018.pdf
http://creativecommons.org/
http://bmjpaedsopen.bmj.com/

oNOYTULT D WN =

BMJ Paediatrics Open

Title Page

Multidisciplinary teams caring for people with variations of sex characteristics: Myth or reality?

w28 ST U0 LGZT00-1202C

A scoping literature review on the composition, collaboration, and ethical principles of multidisciplinaBy teams
Authors
Corresponding author

Martin Gramc, Winterthurerstrasse 30, 8006 Ziirich, martin.gramc@ibme.uzh,ch, +41446344392

Other authors

01} papeojumoq ‘1202

dr. Jiirg Streuli, Institute of Bioethics and History of Medicine, University of Ziirich and University Children’s Hospital and Children’s

Research Center Ziirich, Switzerland, juerg.streuli@ibme.uzh.ch

dr. Eva de Clercq, Institute of Bioethics and History of Medicine, University of Ziirich, Switzerland, es.declercq@ibme.uzh.ch

Word count: 3191

Conflict of interest

The authors declare no conflict of interest

uo /wo:)'[wq'uadospeeéwq//:dnu

Funding
The authors would like to thank Research Executive Agency (REA) — European Commission for their financ#l support (859869 — INIA).

‘ybuAdod Ag palosioid 1sanb Aq 1202 ‘22 |

https://mc.manuscriptcentral.com/bmjpo

Page 2 of 20


mailto:martin.gramc@ibme.uzh,ch
mailto:juerg.streuli@ibme.uzh.ch
mailto:eva.declercq@ibme.uzh.ch
http://bmjpaedsopen.bmj.com/

N
Page 3 of 20 BMJ Paediatrics Open Q
(=Y
o)
o
[y
1 4
2 S
2 What is known: &
5 Since the introduction of Chicago consensus statement multidisciplinary teams have been integrated in treagment of people with VSC.
6 However, the implementation of MDTs in literature is unclear: there is no information on the composition & teams, collaboration processes
7 and ethical framework. 8
8 S
9 . N
10 What this study adds: o
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Multidisciplinary teams caring for people with variations of sex characteristics: M§th or reality?

o
A scoping literature review on the composition, collaboration, and ethical principles of m@ltidisciplinary teams
3

Abstract

MoQ ‘1¢0¢ 4eq

Background
In 2006 the Chicago consensus statement on the management of people with variations of sex characteristics (§SC) acknowledged the importance
of a multidisciplinary team (MDT) approach. The consensus update from 2016 reinforced the call for multi;gisciplinary collaborations between
medical professionals, parents and support groups, and proposed guidelines to improve shared decision making?_and patient centered care embedded
in ethical principles of self-determination and child participation. But there is little evidence that succesfullg multidisciplinary teams have been
implemented in clinical practice. ]

Methods and aims

dospaed(w

A scoping review was conducted to identify studies that address the collaboration and decision making process®f multidisciplinary teams providing
o

care of people with VSC to identify ideal and actual (1) team composition (2) models of collaboration and (35‘ ethical principles that MDT teams
o

follow. Six databases were systematically searched: CINAHIL, Medline, Psychinfo, Scopus, Socindex and §Neb of Science. No restriction was

]
placed on the type of methodology used in the studies. To frame the research, the Preferred Reporting Itemg for Systematic Reviews and Meta-

0

Analyses was used.

veoe ‘L2

Results
The MDT teams in the literature include mainly medical professionals: endocrinologists, urologists and surgeofgrs. The collaboration among medical
professionals in multidisciplinary teams lacks cooperation as one team member sets the taks of the team while _(Cs?:ach professionals works separately.
Despite the importance of psycho-social support the involvement of pschologists remains secondary. The é:nplementation of ethical principles

tends to exclude people with VSC.
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Conclusion
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The care of people with VSC descibed in the papers is medically oriented as the team members are magnly medical professionals working

separately. MDT tend to exclude people with VSC despite references to shared decision making processes @nd informed consent. There was no
N

mention of adult care and lack of inclusion of patient's perspective in the care process. The future research s§0uld do more empirical research of

MDTs.

peojumog

Key words: multidisciplinary teams, shared decision making, people with variations of sex characterisﬁcs/differences of sex development

(DSD), patient-centred care

Introduction

dospaediwg//:dny wol

Variations of sex characteristics (VSC) demand a multidisciplinary care approach !, because human sex is dete%nined by multiple factors ?: genetic,
gonadal, hormonal, phenotypic, and psychological sex. The need to bring together a broad range of health cgi;re professionals to provide care for
people with VSC has been recognized also by the Chicago consensus statement of 2006 34, The consensus statgment has introduced new guidelines
for the care of people with VSC and their families. These recommendations include: (1) the provision of long-t%m multidisciplinary care (including
psycho-social support), open and on-going communication, the deferral of early cosmetic surgeries until the _Ege of informed consent and the use
of a new medical umbrella term DSD 3. According to the consensus statement, multidisciplinary teams%MDT) are to include: (paediatric)
endocrinologists, urologists, surgeons, psychiatrists/psychologists, gynaecologists, geneticists, neonatologi&s; and if available: social workers,
nurses and medical ethicists 3. The MDT team should educate other health care professionals involved in_éthe treatment of people with VSC,
communicate with family members under supervision of a (health) care professional and develop a plan for c-ﬁ:nical management 346, Care should
3
be patient-centered and focus on children’s growing capabilities to participate in decisions regarding their he@lth and thus pose a limit to parental

authority 2.
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The updated consensus statement of 2016 seemed to recognize this important paradigm shift in children’s rights by considering shared decision-
o

making as “the crux of patient-centred care”. Healthcare experts should share their knowledge but also theif uncertainties in care and outcomes
3

with patients and families and give them enough time and support to make fully informed decisions.

13Q

A crucial aspect of this patient-centered, individualized care approach is the endorsement by the Chicago cogsensus of healthcare teams that are
composed of different provider types. Such teams can be multidisciplinary, interdisciplinary and transdisc?linary depending on the degree of
collaboration 4. The Chicago consensus doesnot specify which MDT would be the most appropriate. Howe%er the 2016 update defines types of
collaboration in detail. In multidisciplinary teams two or more team members work simultaneously but separ%ely; interdisciplinary teams involve
the joint work of professionals from different disciplines sharing knowledge and skills to address a common pr§blem and in transdisciplinary teams
various disciplines are brought together to create new ways of solving problems and share resposibility of C%G 4. Although Lee and colleagues #
explain the differences between these types of teams, they do not give any practical indications on how to s%up such teams, nor do they explain

which type of team is more suitable in which kind of context.

dospa

Studies suggest that regular MDT meetings may result in active deferral of early cosmetic surgeries’. On the éne hand, data seems to suggest that
the majority of teams in Europe accepts the MDT approach while other studies portray a less optimistic situatgon. Moreover, empirical data on the
actual functioning of MDT, their collaboration with patients and families as well as their efficacy remain poorﬁy documented ¥°. It is often unclear,
in fact, who is actually included in the team, what the role of each team member is, how various healthcare pzi’)fessionals collaborate, how people

with VSC and their families are involved in the decision-making process regarding their health and what im[i_éct MDT have on care management

¥20c

and patient well-being.

The following paper aims to critically examine the existing scientific literature on the composition of MD"lgin the care of people with VSC, to

1san

describe the implementation of multidisciplinary teams in the care of people with VSC.

-
For this purpose, the manuscript aims to identify ideal and actual (1) MDT composition; (2) models of collabgration and (3) ethical principles that
guide MDT teams. It further aims to identify possible barriers to the adequate implementation of MDT an‘i examine any assessments of their

(=3
impact on the care of persons with VSC. Finally, the review aims to identify possible gaps in the existing reséarch on MDT.
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5 Methods §
6 3
7 Given the broad aim of the research question, a scoping review was conducted to provide an overview and critgal analysis of the existing literature
N
g on MDT caring for people with VSC. We searched the following data bases: CINAHIL, Medline, Psych@fo, Scopus, Socindex and Web of
1(1) Science. The research terms were selected after discussions within the research team and extensive backgroutgi reading on the topic (see Table 1).
12 Inclusion criteria were: published in peer reviewed journals between 2006-2021, written in English, Germén or French. A 15-year publication
13 . { . . . ) . .
14 window was chosen to capture all studies that were published after the publication of the Chicago consenius statement of 2006. In line with
o
:2 scoping reviews, no restriction was placed on they type of study (theoretical, intervention, quantitative, qua@tative or mixed method) However,
17 book chapters, literature reviews, expert reports, commentaries, conference abstracts and books were eiicluded. Given that in the medical
18 g
19 community the acronym DSD is prevalent, we used it as a search term together with intersex. Terms suc%as “diverse sex development” and
20 .. . . o
21 “variations of sex development” were not included in the search query because although these research terms age often relevant for affected persons
©
;g and activists, they are not yet ingrained in the scientific literature and the preliminary searches gave no additidnal results when using these terms.
o
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Table 1: Search query
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Search terms

WoS

Scopus

Medline

CINAHIL

Psychinf

Socioindex

(intersex* OR "disorders of sex development" OR
"differences of sex development" OR "genital
ambiguity")

8,312

7,018

2,287

466

930

331

(child* OR minor* OR infant* OR newborn* OR baby
OR babies OR paediatr* OR pediatr* OR boy* OR
girl* OR neonat* OR adolescent*)

4,111,869

2,875,699

1,258,637

523,079

541,804

132,823

(ethic* OR decision* OR issue* OR "decision making"
OR "masculinizing surgery" OR "feminizing surgery"
OR "genetic selection" OR "psychosocial support" OR
"genital surgery" OR "surgical intervention" OR
"hormone replacement therapy" OR standard* OR
guidelines OR "best interest" OR harm* OR "human
rights" OR autonom* OR assessment OR evaluation
OR care OR medical management)

12,727,466

1,520,839

3,237,731

1,270,357

986,407

986,407

(multidisciplinar* OR interdisciplinar® OR
interprofession* OR multilateral OR transdisciplinar*
OR transprofession* OR holis*)

345,970

343,642

116,958

57,007

48,329

11,091

(intersex* OR "disorders of sex development" OR
"differences of sex development" OR "genital
ambiguity") AND (child* OR minor* OR infant* OR
newborn* OR baby OR babies OR paediatr* OR
pediatr* OR boy* OR girl* OR neonat* OR
adolescent™) AND (ethic* OR decision* OR issue* OR
"decision making" OR "masculinizing surgery" OR
"feminizing surgery" OR "genetic selection" OR
"psychosocial support" OR "genital surgery" OR
"surgical intervention" OR "hormone replacement
therapy" OR standard* OR guidelines OR "best
interest" OR harm* OR "human rights" OR autonom*
OR assessment OR evaluation OR care OR medical
management) AND (multidisciplinar®* OR
interdisciplinar® OR interprofession®* OR multilateral
OR transdisciplinar* OR transprofession* OR holis*)

189

102

82

26

N
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We followed the Preferred Reporting Items for Systematic Reviews and Meta-Analyses (PRISMA) guideliﬁes 10 (see Figure 1). The combined
research of 6 databases gave 415 results and 1 article was added through other sources. After deduplicating (u%ing Zotero) 251 units remained and
were further screened on the basis of title and abstract. The articles that refered to intersex or DSD, but did n§t refer to MDT were excluded. The
screening process of the first author was checked and unified with the second author, who confirmed whicg articles were eligible based on the
abstract. The first screening gave 35 results. After that the references of the already selected studies were c@cked to identify additional studies.
This resulted in a final sample of 37 units. In the next step, the first and second author then read the full text i;ersions of these articles. 25 records
were excluded because they only loosely referred to MDT and either (1) failed to list which healthcare profe:%sionals are part of MDT; (2) made
not reference to MDT collaboration models; (3) almost exclusively focused on the clinical management or psS;;!"cho-social care of people with VSC;
(4) or discussed the role of only one MDT member, without any description of their collaboration with other%eam members.

Figure 1: Search process using PRISMA Systematic Review of Literature

g uadospa

The data from the selected 12 articles was extracted by making a Microsoft Excel spreadsheet, secured andgavailable to all team members. The
spreadsheet included sections for authors name, year of publication, country of origin, name of the journal, stucg' design, data analysis, key findings,
patient age cohort, intersex variation, medical management, psychosocial care, composition of the team, app%oaches to collaboration, conceptual
issues, ethical framework. N
Patient and Public Involvement statement

No patients were involved in conducting this study.
Results

1. General characteristics of included studies
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Out of the final 12 articles 6 were theoretical ''~16, 5 were empirical '"?! and 1 was a mixed methods study:. One third (4) of the articles were

o
published in the UK %1218 the other third in the USA 351720 and the remaining third came from Switzerlagd and Germany 2!, Sweden and UK
3

19" Australia ' and Germany '* (see Table 2 and Table 3). 8
N
Table 2: included theoretical studies §
Stud Patient . o SApproaches to Conceptual Ethical
Author | Year | Country Y Psychosocial care Composition of team pp . neep
design | cohort 3 collaboration issues framework
Clinical psychologist should examine early endocrlnolog1§t, surgeon Pggdiatric endocrinologist
. . e and/or urologist, clinical Should take the role of .
. emotions of people with VSC, facilitate . s . S informed
Ahmedet. al. | 2016 UK theoretical | adolescents . ) psychologist/psychiatrist, =rcoordinator of sex multidisciplinary
adjustment of parents to new-born, informed . . . - consent
i . radiologist, nurse and aglgnment and decision-
decision-making process. . .
neonatologist. = making process.
endocrmolqglst, (paediatric) 'g’sychologlst has the Informed
Psychologist as mediator between physicians and urologist/surgeon, cggcial role, manages the consent and
Brain et. al. 2010 UK theoretical | new-borns Y & . phy gynaecologist, psychologist, 3. process of multidisciplinary .
patients - . S 35 S decision
biochemist, clinical/molecular | c@mmunication between .
. .. .. o making
geneticist, ethicist ysicians and families
. . . team coordinator is
Physician, endocrinologist, . . .
nurse, counsellors, geneticist igportant in the creation
infants, Psychosocial support should cover family ac diyatric urolo i; + sur e0n7 dafrthe service as well as Shared
Gomez Lobo | 2014 USA theoretical | children, support and facilitation of the decision-making p radiologist b%oe"thici}sgt ’ §1g0ing functioning of | multidisciplinary decision
adolescents process regarding medical treatment. S1st, L &he team and the team making
gynaecologist - focus in this 3
article hould educate ther
) hexalth care professionals
endocrmologls‘t, -)o> Patient navigator
surgeon/urologist, =1 .
. . infants psychologist, gynaecologist N co.ordllnates S informed
Hiort et. al. 2014 D theoretical L / L ¢ . ¥ cemmunication between | multidisciplinary
children geneticist, molecular biologist, . o . consent
. . . pagients/families with the
radiologist, pathologist, Q team
biochemist. » )
Fhe development of a
paediatric endocrinologist, a Q  team requires
. psychiatrist, and/or social worker can provide paediatric urologist and/or $coordination in the shared
Moran and . infants, . . . - . Ce . ..
. 2012 USA theoretical . early and ongoing psychosocial care and access surgeon, and a psychologist, planning, multidisciplinary decision
Karkazis children . S - . .
to support resources for parents and patients. psychiatrist, and/or social dmplementation, and making.
worker f@lctioning stages, and a
@ team coordinator.
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The (clinical) psychologist can aid in assessing
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=
a
=
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=
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=
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Vora and neonates, the parents’ and young person’s understandin endocrinologist, urologist agyessment is most often Informed
- 2010 AU theoretical | children, p and youns p - ng EISL, UTOIOEISt, 8 coordinated by the multidisciplinary
Srinivasan of information discussed and provide family gynaecologist ® . consent?
adolescents . o 3 paediatric
support in a culturally sensitive manner. . .
g endocrinologist.
N
o
¥)
=
Table 3: included empirical studies S
Stud Patient . . SApproaches to Conceptual Ethical
Author | Year | Country Y Psychosocial care Composition of team /PP . neep
design | cohort 8 collaboration issues framework
Psychosomal_ support was provided: r.1$k and endocrinologist, urologist, and mhn_lcal professional Shared
Chawla et. . . benefits including the psychological o . c@rdinates the team and S ..
2019 USA empirical an infant . . L paediatric, surgeon, clinical . . multidisciplinary decision
al. consequences of having atypical genitalia . sBared decision-making .
, ; ; coordinator making
were reviewed with the family. = process
— - - =
Kyriakou e P ineal gonetie | Peliic ndocrinologist Informed
Y ’ 2016 UK empirical children / chnica’ g o h& the central role in the | multidisciplinary
al. paediatrician, neonatologist, = consent
. . team.
adult endocrinologist 2
; ; o
Psychologists' role is pushed aside in the begging gynaeco} ogists, urologists, T&am means a collection
. S . . paediatric surgeons, . .
Liao and . . of examination. The psychologist sometimes . . D ofkpecialists - there is no e
2019 UK, SE empirical children . . . endocrinologists, geneticists, > R multidisciplinary /
Roen mediates the emotional mess to prevent patients ; fal collaboration, it is
. . . . psychologists, and nurse . .
from disengaging with the service. - ragher multi-professional.
specialists. =
specialists in medical genetics, g
Psychosocial support for families: parents are cytogenetics, gynagcology, é S
. given pragmatic, age-appropriate and .reproductlve ¢ ro_le of geneticists 1s shared
Parisi et. al. 2007 USA empirical 1nfants, recommendations for disclosure of a diagnosis of endqcrlpology'an('i the '_@ghhghted and m the multidisciplinary decision
children S . . paediatric specialties of indtial stages coordinates .
a DSD to a child in an honest, non-stigmatizing . N making
urology, endocrinology, i the team.
manner. . 3
adolescent medicine, and N
psychiatry. 8
=
Endocrinologist and geneticist o Patients are also
were always present. In nine « educators: general
out of 10 clinics (ﬁ&cussions about which
Sanders et. mixed children, The nurse and psychologists are information urologist agd psychologist. toplcs or CORETs were . .
2017 UK .S Gynaecologists were present TFikely to be raised in interprofessional /
al. method adolescents exchange agents acting in an advocacy role. . 2 . .
in seven clinics, nurse attended c%mc as issues based on

three clinics, one site had a
nurse as a consistent and
integral member of the team.

Sonnection to families
Iped professionals to
“ally think about what’s
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N
o
>
Foing to happen in a
O consultation.”
3
®
3
o
o
N
o
¥)
=
v
o)
=
Paediatric endocrinologist, g
psychologist, specialist in 2 interprofessional shared and
sexual medicine, child and gThe team members Egnly pro information
Streuli et. al 2012 CH.D empirical children Psychosocial care is shared and provided or at ado!esc_ent psychlatrlsj[, ;Qollaboratg with each forma), in reality bagf?d
least considered by all MDTs. paediatric surgeon, social %)ther, family and the ftis decision
worker, study nurse, patient. S making
. . multidisciplinary
gynaecologist, neonatologist, process
member of a support group

dospaedlwpy/:dny

Only two empirical studies '8 addressed MDT in relation to a specific VSC: CAH and 46, XY DSD. Other studies either referred to a wide array
o

of VSC: 111420 or provided no specification %!316:1921 (see Table 2).

o' [w

o

The majority of studies discussed MDTs in relation to infants and children '2-15:17-21 Two studies referred to children and adolescents %!6 and only
(]
]

one focused exclusively on adolescents !'. Overall the focus on adolescents was limited and none of the papgrs discussed MDT in relationship to

adults (see Table 2).

L2

@Z

Except for 17-1° most studies referred to VSC in terms of disorders/differences of sex development and us&l the acronym without any critical

reflection or explanation of it %!1-16:1820.21 Ty papers explicitly referred to VSC as a pathology '-1°.

2. The ideal and actual composition of MDT.

29101d "1senb Aq ¥

According to most theoretical studies MDT ideally consist of an endocrinologist, an urologist, and a surggon =16 Some papers also include

geneticists '"14, psychologists 1>, gynaecologists 71416 and radiologists '-13:14,

1ybuAdoo Aq
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However in practice, the core team was composed of endocrinologists 72!, accompanied almost alwdys by urologists/surgeons °-17-19-21
o

geneticists >1320 gynaecologists >!°2! and psychologist/psychiatrists %921,

wada

The vast majority of articles considered multiple methods of medical management as being the task of MDTs: genetic testing (including
N

karyotyping), biomedical assessment (such as hormone levels, blood and urine tests), genital surgery and ultRhsounds ''~'416-21. Less than half of

the papers suggest that in the MDTs each specialist is singularly responsible for the medical management “*1457. Half of the papers did not specify

the responsibility for medical management %16-18-21_ Only one paper '3 argued that specialists should talk to %ach other about their medical tasks
o

} pa

and collaborate with coordinator. 2
Next to medical management, psychosocial care was considered by 6 articles to be a key task of MDT:% This role was mostly ascribed to
psychologists -11-13.16.19 Tn only one paper psychosocial care was said to be provided by all the members of tge team 2!,

Most studies focused on the importance of psychosocial support for parents to help them cope with their chilegbeing intersex !-13-16, Psychologists
should provide them information, connect parents them to support groups '3!¢ and function as mediatO;ZDs between parents and health care
professionals to facilitate the decision-making process '>!3. Ahmed and colleagues '! argued that psychosogial support ought to be provided to
people with VSC in general to help them cope with the whole process. Only one empirical study !° focusedgon psycho-social support as part of
MDT. The authors found out that in the initial phases of the multidisciplinary care psycho-social counsellin§ is secondary to medical treatment.

s

What is more psychologists rarely collaborate with medical professionals and the former take on reconciliatorygrole between medical professionals,

patients and parents in the last stages of the care process.

‘ybuAdod Ag palosioid 1sanb Aq 1202 ‘22 |
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In most studies 172! 116 the model of collaboration — multidisciplinary, interdisciplinary or transdisciplinaryg was not explicitly mentioned. Still
N
most of the papers seemed to indicate a multidisciplinary approach in MDTs described as the simultaneous @ut independent contribution of two

or more team members. Two empirical studies 2! 22 and the mixed methods study® show that although participgnts referred to their team as a MDT

eo|u

or even interprofessional, their responses reflect a disintegrated approach.
In most studies, interaction among team members was mediated by a team coordinator who was responsible gor delegating and reviewing taks !
18,20 The coordinator was usually one of the following specialists: endocrinologists 1618 geneticists 20,:%1 physician '3, social worker 13, or
psychologist 2. Only in the study of Streuli and colleagues?! the MDT collaborated and cooperated with patiefis and parents without the mediation

of a coordinator.

edlwq

@

In most empirical 72! and theoretical '~'° articles the model of collaboration was not explicitly mentioned buf most of the papers seem to indicate
©

that MDTs take a multidisciplinary approach insofar the teamwork was described as the simultaneous and indépendent contribution of two or more
o

team members. Only the mixed methods study of Sanders and colleagues ° included an interprofessional tea%m approach where patients, parents
o

and members of the MDT actively cooperate in the treatment process in order to co-create knowledge and ingtprove the care of people with VSC
]

dy

and help parents cope with their child’s condition.

work 1s seen as non-intervention

Z

As Liao and Roen ! pointed out medical professionals have more important role than psychologists who

because it is not medical and it is as such often side-lined.

¥20c

The most often mentioned barriers to multidisciplinary collaboration were lack of financial, organisational an:g financial resources at hospitals and
care centres for MDTs to be implemented and registered ''-14!3. The key barrier to collaboration, e. g. forma@on of MDTs in these centres is the
lack of specialists 121313 One fourth of the papers 122! stressed the absence of confidentiality between tean-a,f members, patients and parents as a
barrier to collaboration process because sharing information can be distressing to parents to the point where Sgiley cannot participate in the shared

decision making process.

1ybuAdoo Aq
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Two papers 420 pointed out the difficulties of diagnosis referred to as the time of diagnosis and the precisdzdetermination of VSC. The lack of
cooperation between medical professionals and psychologists and prevalence of medicalised approach was hgghlighted as a barrier in one case '°.
Only one study 2! pointed out the emotional distancing and difficulties of medical professionals to distinguisE facts from assumptions as obstacle

to collaboration process. One fourth '>-17 of the papers did not specify any barriers to collaboration process.

eOjUMOQ "T20¢

4. Ethical principles of MDT teams
The most commonly cited ethical principles were informed consent '11214.16 and shared decision-making 13’%17’18’20’21. However, only a minority
%ILIZIT of papers provided an account of implementation of these two ethical principles. The papers 9’“71%7 stated that parents needed to be
educated about the condition of their child and that parental fears need to be considered in the decision m%ing process. Yet there was lack of
mention of how patients themselves growing up should be educated about their condition and actively invo%ed in the decision-making process.
Only two papers mentioned the involvement of patients in the decision making process '3, Two papers 13ﬂ%mphasized that the communication
between MDT and parents/patients in the process of making an ethical decision should be open and shouldénclude the concerns of parents, but
not children.

Discussion

uo Jwo’fw

The scoping review identified 12 studies that either empirically or theoretically provided an account of multijsciplinary teams caring for patients

with VSC. Almost all articles stressed the importance of MDT, but under closer examination the exact natulfg] of collaboration remained unclear.
N

The prevalent approach seemed to be multidisciplinary, that is, collaboration in which different care providers@vork simultaneously but separately.

The papers rarely elaborated on implementation of multidisciplinarity let alone critically examine it.

nb Aq

Research on MDT in other healthcare contexts suggests that it is not enough to have a unit of different healthfare professionals working together
)

2324 but the responsibility, knowledge and authority should be flexibly shared and team members should beli%ve in cooperation 23->-27, However,
Q

the studies in our scoping review failed to address these suggestions as there are no indicators to assess the ifipact of the MDT which could lead

to improved care for people with VSC.

1ybuAdoo Aq
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The teamwork is usually coordinated by an endocrinologist, physician, and in a few instances by a psychologist, even though this was not always
empirically assessed, because the exact nature of the relationships withing the teams and their working praéices were not revealed. The papers
clearly demonstrate the dominance of medical professionals over other healthcare experts and psychosocial carg in the core teams which necessarily
include endocrinologists, urologists, and surgeon and to lesser extent psychologists, social worker, and ethicig.

Our scoping review confirmed the findings that tendency toward a more medical-oriented structure (predoglinance of doctors in the teams) of

eo|u

multidisciplinary teams leads to poor collaboration and efficacy 27-?%.
o

This was also partly confirmed by data on psychological support which is thought of and provided in terms (gbgf “alleviating emotional distress of

parents facing the fact that they have a child with VSC”. Psychological support is provided to mediate rela_iions between families and medical

professionals, but it seen as addition to the treatment provided by medical professionals.

a/-dy

The account of psychological support revealed absence of child-centred approach and a lack of combined ghild centred approach with family-
oriented care as there was no mention of what kind psychological support is provided for people with VSC, %ut only for their families. This was
reverberated in ethical principles as only two papers mentioned that the decision making process and informe-é;consent should include people with
VSC. This might be since the majority of papers focused on infants and children, however these stu&ies failed to address the role and
implementation of shared decision making for them. The studies also did not refer to care of adults and tréﬂsition of care from adolescence to
adulthood.

The lack of inclusion of patients’ perspective and preferences in the treatment of people with VSC and sh_gired decision making process in the

dy

N
examined literature is consistent with previous findings. According to these findings health care profession}@ls stated that patient’s perspectives
should be an important part of the meetings of the MDT, but do not consider it beneficial to the meetings ofg/IDTs 28 Tt is seen to be at the odds
c
with professionals standards, and what is more medical professionals conflate shared decision making procdss with informed consent or there is

no awareness of the former term 2°.

1ybuAdoo Aq paroailold

https://mc.manuscriptcentral.com/bmjpo

Page 16 of 20


http://bmjpaedsopen.bmj.com/

Page 17 of 20

oNOYTULT D WN =

BMJ Paediatrics Open

uo /G2T100-T20¢-C

Although some papers aimed to advocate for approach according to which teams educate their patients and even learn from them — the
o
interprofessional approach which seems to de-hierarchize the knowledge relations between patients and mgdical professionals — they remain a

minority within the current literature on medical collaboration in multidisciplinary teams working with peoplg with VSC °.
N

Limitations S

The scoping review explored the existing literature on MDTs examining the collaboration processes and ethicegJ frameworks. Some relevant studies
might have been overlooked due to exclusion/inclusion criteria, e. g. conference abstracts and grey literatu?e might have provided information
from patients on the MDTs. Nevertheless, our review provides an overview of the existing literature on collgporation of MDT caring for people
with VSC and provides important directions for further research that will hopefully lead to better care of peoée with VSC. Therefore we propose
the following suggestions for future research: investigating the role of the health care professionals in the te!st in the decision making process;
examining the nature of relationship between patients and MDTs; examining the lack of care for adults anﬂé- transition; more research on how
MDTs can actually work together; researching new models of collaboration within the MDTs and how the%‘relate to ethical dilemmas working
with people with VSC: informed consent vs. competence and capacity of children and young people of chil%en and their rights to participate in
their treatment.

Conclusion

uo Jwo’fw

The scoping review revealed that teams caring for people with VSC are seemingly multidisciplinary. TBe collaboration among them lacks
cooperation and synthesized discipline approach as one team member — usually a medical professional (e§l endocrinologist, a geneticist or a
physician), rarely a psychologist or a social worker, coordinates the management process while the rest (% the team members seem to work
separately. Only a minority of team members come from disciplines such as social work or psychology. The m:gst frequently cited ethical principles
are shared decision making and informed consent, but both tend to focus on parents rather than on patients. Fli?rure studies should pursue empirical

S
research on MDT by examining in the detail the process of shared decision making between MDT, parents, agults and children.
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2 What is known: &
5 Since the introduction of Chicago consensus statement multidisciplinary teams have been integrated in treagment of people with VSC.
6 However, the implementation of MDTs in literature is unclear: there is no information on the composition & teams, collaboration processes
7 and ethical framework. 8
8 S
9 . N
10 What this study adds: o
1 The study provides a literature overview on the collaboration and composition of MDTs. It fills the gap in thg literature by showing that
12 collaboration in MDTs is poor, that medical professionals dominate over other health care professionals, thg‘c psychosocial care is secondary to
13 medical treatment and that ethical frameworks excluded the voices of people with VSC. §
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Multidisciplinary teams caring for people with variations of sex characteristics: M§th or reality?

o
A scoping literature review on the composition, collaboration, and ethical principles of m@ltidisciplinary teams
3

Abstract

MoQ ‘1¢0¢ 4eq

Background
In 2006 the Chicago consensus statement on the management of people with variations of sex characteristics (§SC) acknowledged the importance
of a multidisciplinary team (MDT) approach. The consensus update from 2016 reinforced the call for multi;gisciplinary collaborations between
medical professionals, parents and support groups, and proposed guidelines to improve shared decision making?_and patient centered care embedded
in ethical principles of self-determination and child participation. But there is little evidence that succesfullg multidisciplinary teams have been
implemented in clinical practice. ]

Methods and aims

dospaed(w

A scoping review was conducted to identify studies that address the collaboration and decision making process®f multidisciplinary teams providing
o

care of people with VSC to identify ideal and actual (1) team composition (2) models of collaboration and (35‘ ethical principles that MDT teams
o

follow. Six databases were systematically searched: CINAHIL, Medline, Psychinfo, Scopus, Socindex and §Neb of Science. No restriction was

]
placed on the type of methodology used in the studies. To frame the research, the Preferred Reporting Itemg for Systematic Reviews and Meta-

0

Analyses was used.

veoe ‘L2

Results
The MDT teams in the literature include mainly medical professionals: endocrinologists, urologists and surgeofgrs. The collaboration among medical
professionals in multidisciplinary teams lacks cooperation as one team member sets the taks of the team while _(Cs?:ach professionals works separately.
Despite the importance of psycho-social support the involvement of pschologists remains secondary. The é:nplementation of ethical principles

tends to exclude people with VSC.
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The care of people with VSC descibed in the papers is medically oriented as the team members are magnly medical professionals working

separately. MDT tend to exclude people with VSC despite references to shared decision making processes @nd informed consent. There was no
N

mention of adult care and lack of inclusion of patient's perspective in the care process. The future research s§0uld do more empirical research of

MDTs.

peojumog

Key words: multidisciplinary teams, shared decision making, people with variations of sex characterisﬁcs/differences of sex development

(DSD), patient-centred care

Introduction

dospaediwg//:dny wol

Variations of sex characteristics (VSC) demand a multidisciplinary care approach !, because human sex is dete%nined by multiple factors ?: genetic,
gonadal, hormonal, phenotypic, and psychological sex. The need to bring together a broad range of health cgi;re professionals to provide care for
people with VSC has been recognized also by the Chicago consensus statement of 2006 34, The consensus statgment has introduced new guidelines
for the care of people with VSC and their families. These recommendations include: (1) the provision of long-t%m multidisciplinary care (including
psycho-social support), open and on-going communication, the deferral of early cosmetic surgeries until the _Ege of informed consent and the use
of a new medical umbrella term DSD 3. According to the consensus statement, multidisciplinary teams%MDT) are to include: (paediatric)
endocrinologists, urologists, surgeons, psychiatrists/psychologists, gynaecologists, geneticists, neonatologi&s; and if available: social workers,
nurses and medical ethicists 3. The MDT team should educate other health care professionals involved in_éthe treatment of people with VSC,
communicate with family members under supervision of a (health) care professional and develop a plan for c-ﬁ:nical management 346, Care should
3
be patient-centered and focus on children’s growing capabilities to participate in decisions regarding their he@lth and thus pose a limit to parental

authority 2.

1ybuAdoo Aq
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The updated consensus statement of 2016 seemed to recognize this important paradigm shift in children’s rights by considering shared decision-
o

making as “the crux of patient-centred care”. Healthcare experts should share their knowledge but also theif uncertainties in care and outcomes
3

with patients and families and give them enough time and support to make fully informed decisions.

13Q

A crucial aspect of this patient-centered, individualized care approach is the endorsement by the Chicago cogsensus of healthcare teams that are
composed of different provider types. Such teams can be multidisciplinary, interdisciplinary and transdisc?linary depending on the degree of
collaboration 4. The Chicago consensus doesnot specify which MDT would be the most appropriate. Howe%er the 2016 update defines types of
collaboration in detail. In multidisciplinary teams two or more team members work simultaneously but separ%ely; interdisciplinary teams involve
the joint work of professionals from different disciplines sharing knowledge and skills to address a common pr§blem and in transdisciplinary teams
various disciplines are brought together to create new ways of solving problems and share resposibility of C%G 4. Although Lee and colleagues #
explain the differences between these types of teams, they do not give any practical indications on how to s%up such teams, nor do they explain

which type of team is more suitable in which kind of context.

dospa

Studies suggest that regular MDT meetings may result in active deferral of early cosmetic surgeries’. On the éne hand, data seems to suggest that
the majority of teams in Europe accepts the MDT approach while other studies portray a less optimistic situatgon. Moreover, empirical data on the
actual functioning of MDT, their collaboration with patients and families as well as their efficacy remain poorﬁy documented ¥°. It is often unclear,
in fact, who is actually included in the team, what the role of each team member is, how various healthcare pzi’)fessionals collaborate, how people

with VSC and their families are involved in the decision-making process regarding their health and what im[i_éct MDT have on care management

¥20c

and patient well-being.

The following paper aims to critically examine the existing scientific literature on the composition of MD"lgin the care of people with VSC, to

1san

describe the implementation of multidisciplinary teams in the care of people with VSC.

-
For this purpose, the manuscript aims to identify ideal and actual (1) MDT composition; (2) models of collabgration and (3) ethical principles that
guide MDT teams. It further aims to identify possible barriers to the adequate implementation of MDT an‘i examine any assessments of their

(=3
impact on the care of persons with VSC. Finally, the review aims to identify possible gaps in the existing reséarch on MDT.

1ybuAd
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5 Methods §
6 3
7 Given the broad aim of the research question, a scoping review was conducted to provide an overview and critgal analysis of the existing literature
N
g on MDT caring for people with VSC. We searched the following data bases: CINAHIL, Medline, Psych@fo, Scopus, Socindex and Web of
1(1) Science. The research terms were selected after discussions within the research team and extensive backgroutgi reading on the topic (see Table 1).
12 Inclusion criteria were: published in peer reviewed journals between 2006-2021, written in English, Germén or French. A 15-year publication
13 . { . . . ) . .
14 window was chosen to capture all studies that were published after the publication of the Chicago consenius statement of 2006. In line with
o
:2 scoping reviews, no restriction was placed on they type of study (theoretical, intervention, quantitative, qua@tative or mixed method) However,
17 book chapters, literature reviews, expert reports, commentaries, conference abstracts and books were eiicluded. Given that in the medical
18 g
19 community the acronym DSD is prevalent, we used it as a search term together with intersex. Terms suc%as “diverse sex development” and
20 .. . . o
21 “variations of sex development” were not included in the search query because although these research terms age often relevant for affected persons
©
;g and activists, they are not yet ingrained in the scientific literature and the preliminary searches gave no additidnal results when using these terms.
o
24 %
25 5
26 o
27 >
28 g
29 N
30 o
31 N
N
32 3
33 Q
34 b
35 T
36 S
37 3
38 g
39 3
40 3
41 2
42 ‘S:
ji https://mc.manuscriptcentral.com/bmjpo
45


http://bmjpaedsopen.bmj.com/

oNOYTULT D WN =

Table 1: Search query
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Search terms

WoS

Scopus

Medline

CINAHIL

Psychinf

Socioindex

(intersex* OR "disorders of sex development" OR
"differences of sex development" OR "genital
ambiguity")

8,312

7,018

2,287

466

930

331

(child* OR minor* OR infant* OR newborn* OR baby
OR babies OR paediatr* OR pediatr* OR boy* OR
girl* OR neonat* OR adolescent*)

4,111,869

2,875,699

1,258,637

523,079

541,804

132,823

(ethic* OR decision* OR issue* OR "decision making"
OR "masculinizing surgery" OR "feminizing surgery"
OR "genetic selection" OR "psychosocial support" OR
"genital surgery" OR "surgical intervention" OR
"hormone replacement therapy" OR standard* OR
guidelines OR "best interest" OR harm* OR "human
rights" OR autonom* OR assessment OR evaluation
OR care OR medical management)

12,727,466

1,520,839

3,237,731

1,270,357

986,407

986,407

(multidisciplinar* OR interdisciplinar® OR
interprofession* OR multilateral OR transdisciplinar*
OR transprofession* OR holis*)

345,970

343,642

116,958

57,007

48,329

11,091

(intersex* OR "disorders of sex development" OR
"differences of sex development" OR "genital
ambiguity") AND (child* OR minor* OR infant* OR
newborn* OR baby OR babies OR paediatr* OR
pediatr* OR boy* OR girl* OR neonat* OR
adolescent™) AND (ethic* OR decision* OR issue* OR
"decision making" OR "masculinizing surgery" OR
"feminizing surgery" OR "genetic selection" OR
"psychosocial support" OR "genital surgery" OR
"surgical intervention" OR "hormone replacement
therapy" OR standard* OR guidelines OR "best
interest" OR harm* OR "human rights" OR autonom*
OR assessment OR evaluation OR care OR medical
management) AND (multidisciplinar®* OR
interdisciplinar® OR interprofession®* OR multilateral
OR transdisciplinar* OR transprofession* OR holis*)

189

102

82

26

N
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We followed the Preferred Reporting Items for Systematic Reviews and Meta-Analyses (PRISMA) guideliﬁes 10 (see Figure 1). The combined
research of 6 databases gave 415 results and 1 article was added through other sources. After deduplicating (u%ing Zotero) 251 units remained and
were further screened on the basis of title and abstract. The articles that refered to intersex or DSD, but did n§t refer to MDT were excluded. The
screening process of the first author was checked and unified with the second author, who confirmed whicg articles were eligible based on the
abstract. The first screening gave 35 results. After that the references of the already selected studies were c@cked to identify additional studies.
This resulted in a final sample of 37 units. In the next step, the first and second author then read the full text i;ersions of these articles. 25 records
were excluded because they only loosely referred to MDT and either (1) failed to list which healthcare profe:%sionals are part of MDT; (2) made
not reference to MDT collaboration models; (3) almost exclusively focused on the clinical management or psS;;!"cho-social care of people with VSC;
(4) or discussed the role of only one MDT member, without any description of their collaboration with other%eam members.

Figure 1: Search process using PRISMA Systematic Review of Literature

g uadospa

The data from the selected 12 articles was extracted by making a Microsoft Excel spreadsheet, secured andgavailable to all team members. The
spreadsheet included sections for authors name, year of publication, country of origin, name of the journal, stucg' design, data analysis, key findings,
patient age cohort, intersex variation, medical management, psychosocial care, composition of the team, app%oaches to collaboration, conceptual
issues, ethical framework. N
Patient and Public Involvement statement

No patients were involved in conducting this study.
Results

1. General characteristics of included studies
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Out of the final 12 articles 6 were theoretical ''~16, 5 were empirical '"?! and 1 was a mixed methods study:. One third (4) of the articles were

o
published in the UK %1218 the other third in the USA 351720 and the remaining third came from Switzerlagd and Germany 2!, Sweden and UK
3

19" Australia ' and Germany '* (see Table 2 and Table 3). 8
N
Table 2: included theoretical studies §
Stud Patient . o SApproaches to Conceptual Ethical
Author | Year | Country Y Psychosocial care Composition of team pp . neep
design | cohort 3 collaboration issues framework
Clinical psychologist should examine early endocrlnolog1§t, surgeon Pggdiatric endocrinologist
. . e and/or urologist, clinical Should take the role of .
. emotions of people with VSC, facilitate . s . S informed
Ahmedet. al. | 2016 UK theoretical | adolescents . ) psychologist/psychiatrist, =rcoordinator of sex multidisciplinary
adjustment of parents to new-born, informed . . . - consent
i . radiologist, nurse and aglgnment and decision-
decision-making process. . .
neonatologist. = making process.
endocrmolqglst, (paediatric) 'g’sychologlst has the Informed
Psychologist as mediator between physicians and urologist/surgeon, cggcial role, manages the consent and
Brain et. al. 2010 UK theoretical | new-borns Y & . phy gynaecologist, psychologist, 3. process of multidisciplinary .
patients - . S 35 S decision
biochemist, clinical/molecular | c@mmunication between .
. .. .. o making
geneticist, ethicist ysicians and families
. . . team coordinator is
Physician, endocrinologist, . . .
nurse, counsellors, geneticist igportant in the creation
infants, Psychosocial support should cover family ac diyatric urolo i; + sur e0n7 dafrthe service as well as Shared
Gomez Lobo | 2014 USA theoretical | children, support and facilitation of the decision-making p radiologist b%oe"thici}sgt ’ §1g0ing functioning of | multidisciplinary decision
adolescents process regarding medical treatment. S1st, L &he team and the team making
gynaecologist - focus in this 3
article hould educate ther
) hexalth care professionals
endocrmologls‘t, -)o> Patient navigator
surgeon/urologist, =1 .
. . infants psychologist, gynaecologist N co.ordllnates S informed
Hiort et. al. 2014 D theoretical L / L ¢ . ¥ cemmunication between | multidisciplinary
children geneticist, molecular biologist, . o . consent
. . . pagients/families with the
radiologist, pathologist, Q team
biochemist. » )
Fhe development of a
paediatric endocrinologist, a Q  team requires
. psychiatrist, and/or social worker can provide paediatric urologist and/or $coordination in the shared
Moran and . infants, . . . - . Ce . ..
. 2012 USA theoretical . early and ongoing psychosocial care and access surgeon, and a psychologist, planning, multidisciplinary decision
Karkazis children . S - . .
to support resources for parents and patients. psychiatrist, and/or social dmplementation, and making.
worker f@lctioning stages, and a
@ team coordinator.
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Vora and neonates, the parents’ and young person’s understandin endocrinologist, urologist agyessment is most often Informed
- 2010 AU theoretical | children, p and youns p - ng EISL, UTOIOEISt, 8 coordinated by the multidisciplinary
Srinivasan of information discussed and provide family gynaecologist ® . consent?
adolescents . o 3 paediatric
support in a culturally sensitive manner. . .
g endocrinologist.
N
o
¥)
=
Table 3: included empirical studies S
Stud Patient . . SApproaches to Conceptual Ethical
Author | Year | Country Y Psychosocial care Composition of team /PP . neep
design | cohort 8 collaboration issues framework
Psychosomal_ support was provided: r.1$k and endocrinologist, urologist, and mhn_lcal professional Shared
Chawla et. . . benefits including the psychological o . c@rdinates the team and S ..
2019 USA empirical an infant . . L paediatric, surgeon, clinical . . multidisciplinary decision
al. consequences of having atypical genitalia . sBared decision-making .
, ; ; coordinator making
were reviewed with the family. = process
— - - =
Kyriakou e P ineal gonetie | Peliic ndocrinologist Informed
Y ’ 2016 UK empirical children / chnica’ g o h& the central role in the | multidisciplinary
al. paediatrician, neonatologist, = consent
. . team.
adult endocrinologist 2
; ; o
Psychologists' role is pushed aside in the begging gynaeco} ogists, urologists, T&am means a collection
. S . . paediatric surgeons, . .
Liao and . . of examination. The psychologist sometimes . . D ofkpecialists - there is no e
2019 UK, SE empirical children . . . endocrinologists, geneticists, > R multidisciplinary /
Roen mediates the emotional mess to prevent patients ; fal collaboration, it is
. . . . psychologists, and nurse . .
from disengaging with the service. - ragher multi-professional.
specialists. =
specialists in medical genetics, g
Psychosocial support for families: parents are cytogenetics, gynagcology, é S
. given pragmatic, age-appropriate and .reproductlve ¢ ro_le of geneticists 1s shared
Parisi et. al. 2007 USA empirical 1nfants, recommendations for disclosure of a diagnosis of endqcrlpology'an('i the '_@ghhghted and m the multidisciplinary decision
children S . . paediatric specialties of indtial stages coordinates .
a DSD to a child in an honest, non-stigmatizing . N making
urology, endocrinology, i the team.
manner. . 3
adolescent medicine, and N
psychiatry. 8
=
Endocrinologist and geneticist o Patients are also
were always present. In nine « educators: general
out of 10 clinics (ﬁ&cussions about which
Sanders et. mixed children, The nurse and psychologists are information urologist agd psychologist. toplcs or CORETs were . .
2017 UK .S Gynaecologists were present TFikely to be raised in interprofessional /
al. method adolescents exchange agents acting in an advocacy role. . 2 . .
in seven clinics, nurse attended c%mc as issues based on

three clinics, one site had a
nurse as a consistent and
integral member of the team.

Sonnection to families
Iped professionals to
“ally think about what’s
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Foing to happen in a
O consultation.”
3
®
3
o
o
N
o
¥)
=
v
o)
=
Paediatric endocrinologist, g
psychologist, specialist in 2 interprofessional shared and
sexual medicine, child and gThe team members Egnly pro information
Streuli et. al 2012 CH.D empirical children Psychosocial care is shared and provided or at ado!esc_ent psychlatrlsj[, ;Qollaboratg with each forma), in reality bagf?d
least considered by all MDTs. paediatric surgeon, social %)ther, family and the ftis decision
worker, study nurse, patient. S making
. . multidisciplinary
gynaecologist, neonatologist, process
member of a support group

dospaedlwpy/:dny

Only two empirical studies '8 addressed MDT in relation to a specific VSC: CAH and 46, XY DSD. Other studies either referred to a wide array
o

of VSC: 111420 or provided no specification %!316:1921 (see Table 2).

o' [w

o

The majority of studies discussed MDTs in relation to infants and children '2-15:17-21 Two studies referred to children and adolescents %!6 and only
(]
]

one focused exclusively on adolescents !'. Overall the focus on adolescents was limited and none of the papgrs discussed MDT in relationship to

adults (see Table 2).

L2

@Z

Except for 17-1° most studies referred to VSC in terms of disorders/differences of sex development and us&l the acronym without any critical

reflection or explanation of it %!1-16:1820.21 Ty papers explicitly referred to VSC as a pathology '-1°.

2. The ideal and actual composition of MDT.

29101d "1senb Aq ¥

According to most theoretical studies MDT ideally consist of an endocrinologist, an urologist, and a surggon =16 Some papers also include

geneticists '"14, psychologists 1>, gynaecologists 71416 and radiologists '-13:14,

1ybuAdoo Aq
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However in practice, the core team was composed of endocrinologists 72!, accompanied almost alwdys by urologists/surgeons °-17-19-21
o

geneticists >1320 gynaecologists >!°2! and psychologist/psychiatrists %921,

wada

The vast majority of articles considered multiple methods of medical management as being the task of MDTs: genetic testing (including
N

karyotyping), biomedical assessment (such as hormone levels, blood and urine tests), genital surgery and ultRhsounds ''~'416-21. Less than half of

the papers suggest that in the MDTs each specialist is singularly responsible for the medical management “*1457. Half of the papers did not specify

the responsibility for medical management %16-18-21_ Only one paper '3 argued that specialists should talk to %ach other about their medical tasks
o

} pa

and collaborate with coordinator. 2
Next to medical management, psychosocial care was considered by 6 articles to be a key task of MDT:% This role was mostly ascribed to
psychologists -11-13.16.19 Tn only one paper psychosocial care was said to be provided by all the members of tge team 2!,

Most studies focused on the importance of psychosocial support for parents to help them cope with their chilegbeing intersex !-13-16, Psychologists
should provide them information, connect parents them to support groups '3!¢ and function as mediatO;ZDs between parents and health care
professionals to facilitate the decision-making process '>!3. Ahmed and colleagues '! argued that psychosogial support ought to be provided to
people with VSC in general to help them cope with the whole process. Only one empirical study !° focusedgon psycho-social support as part of
MDT. The authors found out that in the initial phases of the multidisciplinary care psycho-social counsellin§ is secondary to medical treatment.

s

What is more psychologists rarely collaborate with medical professionals and the former take on reconciliatorygrole between medical professionals,

patients and parents in the last stages of the care process.

‘ybuAdod Ag palosioid 1sanb Aq 1202 ‘22 |
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In most studies 172! 116 the model of collaboration — multidisciplinary, interdisciplinary or transdisciplinaryg was not explicitly mentioned. Still
N
most of the papers seemed to indicate a multidisciplinary approach in MDTs described as the simultaneous @ut independent contribution of two

or more team members. Two empirical studies 2! 22 and the mixed methods study® show that although participgnts referred to their team as a MDT

eo|u

or even interprofessional, their responses reflect a disintegrated approach.
In most studies, interaction among team members was mediated by a team coordinator who was responsible gor delegating and reviewing taks !
18,20 The coordinator was usually one of the following specialists: endocrinologists 1618 geneticists 20,:%1 physician '3, social worker 13, or
psychologist 2. Only in the study of Streuli and colleagues?! the MDT collaborated and cooperated with patiefis and parents without the mediation

of a coordinator.

edlwq

@

In most empirical 72! and theoretical '~'° articles the model of collaboration was not explicitly mentioned buf most of the papers seem to indicate
©

that MDTs take a multidisciplinary approach insofar the teamwork was described as the simultaneous and indépendent contribution of two or more
o

team members. Only the mixed methods study of Sanders and colleagues ° included an interprofessional tea%m approach where patients, parents
o

and members of the MDT actively cooperate in the treatment process in order to co-create knowledge and ingtprove the care of people with VSC
]

dy

and help parents cope with their child’s condition.

work 1s seen as non-intervention

Z

As Liao and Roen ! pointed out medical professionals have more important role than psychologists who

because it is not medical and it is as such often side-lined.

¥20c

The most often mentioned barriers to multidisciplinary collaboration were lack of financial, organisational an:g financial resources at hospitals and
care centres for MDTs to be implemented and registered ''-14!3. The key barrier to collaboration, e. g. forma@on of MDTs in these centres is the
lack of specialists 121313 One fourth of the papers 122! stressed the absence of confidentiality between tean-a,f members, patients and parents as a
barrier to collaboration process because sharing information can be distressing to parents to the point where Sgiley cannot participate in the shared

decision making process.
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Two papers 420 pointed out the difficulties of diagnosis referred to as the time of diagnosis and the precisdzdetermination of VSC. The lack of
cooperation between medical professionals and psychologists and prevalence of medicalised approach was hgghlighted as a barrier in one case '°.
Only one study 2! pointed out the emotional distancing and difficulties of medical professionals to distinguisE facts from assumptions as obstacle

to collaboration process. One fourth '>-17 of the papers did not specify any barriers to collaboration process.

eOjUMOQ "T20¢

4. Ethical principles of MDT teams
The most commonly cited ethical principles were informed consent '11214.16 and shared decision-making 13’%17’18’20’21. However, only a minority
%ILIZIT of papers provided an account of implementation of these two ethical principles. The papers 9’“71%7 stated that parents needed to be
educated about the condition of their child and that parental fears need to be considered in the decision m%ing process. Yet there was lack of
mention of how patients themselves growing up should be educated about their condition and actively invo%ed in the decision-making process.
Only two papers mentioned the involvement of patients in the decision making process '3, Two papers 13ﬂ%mphasized that the communication
between MDT and parents/patients in the process of making an ethical decision should be open and shouldénclude the concerns of parents, but
not children.

Discussion

uo Jwo’fw

The scoping review identified 12 studies that either empirically or theoretically provided an account of multijsciplinary teams caring for patients

with VSC. Almost all articles stressed the importance of MDT, but under closer examination the exact natulfg] of collaboration remained unclear.
N

The prevalent approach seemed to be multidisciplinary, that is, collaboration in which different care providers@vork simultaneously but separately.

The papers rarely elaborated on implementation of multidisciplinarity let alone critically examine it.

nb Aq

Research on MDT in other healthcare contexts suggests that it is not enough to have a unit of different healthfare professionals working together
)

2324 but the responsibility, knowledge and authority should be flexibly shared and team members should beli%ve in cooperation 23->-27, However,
Q

the studies in our scoping review failed to address these suggestions as there are no indicators to assess the ifipact of the MDT which could lead

to improved care for people with VSC.
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The teamwork is usually coordinated by an endocrinologist, physician, and in a few instances by a psychologist, even though this was not always
empirically assessed, because the exact nature of the relationships withing the teams and their working praéices were not revealed. The papers
clearly demonstrate the dominance of medical professionals over other healthcare experts and psychosocial carg in the core teams which necessarily
include endocrinologists, urologists, and surgeon and to lesser extent psychologists, social worker, and ethicig.

Our scoping review confirmed the findings that tendency toward a more medical-oriented structure (predoglinance of doctors in the teams) of

eo|u

multidisciplinary teams leads to poor collaboration and efficacy 27-?%.
o

This was also partly confirmed by data on psychological support which is thought of and provided in terms (gbgf “alleviating emotional distress of

parents facing the fact that they have a child with VSC”. Psychological support is provided to mediate rela_iions between families and medical

professionals, but it seen as addition to the treatment provided by medical professionals.

a/-dy

The account of psychological support revealed absence of child-centred approach and a lack of combined ghild centred approach with family-
oriented care as there was no mention of what kind psychological support is provided for people with VSC, %ut only for their families. This was
reverberated in ethical principles as only two papers mentioned that the decision making process and informe-é;consent should include people with
VSC. This might be since the majority of papers focused on infants and children, however these stu&ies failed to address the role and
implementation of shared decision making for them. The studies also did not refer to care of adults and tréﬂsition of care from adolescence to
adulthood.

The lack of inclusion of patients’ perspective and preferences in the treatment of people with VSC and sh_gired decision making process in the

dy

N
examined literature is consistent with previous findings. According to these findings health care profession}@ls stated that patient’s perspectives
should be an important part of the meetings of the MDT, but do not consider it beneficial to the meetings ofg/IDTs 28 Tt is seen to be at the odds
c
with professionals standards, and what is more medical professionals conflate shared decision making procdss with informed consent or there is

no awareness of the former term 2°.
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Although some papers aimed to advocate for approach according to which teams educate their patients and even learn from them — the
o
interprofessional approach which seems to de-hierarchize the knowledge relations between patients and mgdical professionals — they remain a

minority within the current literature on medical collaboration in multidisciplinary teams working with peoplg with VSC °.
N

Limitations S

The scoping review explored the existing literature on MDTs examining the collaboration processes and ethicegJ frameworks. Some relevant studies
might have been overlooked due to exclusion/inclusion criteria, e. g. conference abstracts and grey literatu?e might have provided information
from patients on the MDTs. Nevertheless, our review provides an overview of the existing literature on collgporation of MDT caring for people
with VSC and provides important directions for further research that will hopefully lead to better care of peoée with VSC. Therefore we propose
the following suggestions for future research: investigating the role of the health care professionals in the te!st in the decision making process;
examining the nature of relationship between patients and MDTs; examining the lack of care for adults anﬂé- transition; more research on how
MDTs can actually work together; researching new models of collaboration within the MDTs and how the%‘relate to ethical dilemmas working
with people with VSC: informed consent vs. competence and capacity of children and young people of chil%en and their rights to participate in
their treatment.

Conclusion

uo Jwo’fw

The scoping review revealed that teams caring for people with VSC are seemingly multidisciplinary. TBe collaboration among them lacks
cooperation and synthesized discipline approach as one team member — usually a medical professional (e§l endocrinologist, a geneticist or a
physician), rarely a psychologist or a social worker, coordinates the management process while the rest (% the team members seem to work
separately. Only a minority of team members come from disciplines such as social work or psychology. The m:gst frequently cited ethical principles
are shared decision making and informed consent, but both tend to focus on parents rather than on patients. Fli?rure studies should pursue empirical

S
research on MDT by examining in the detail the process of shared decision making between MDT, parents, agults and children.
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