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Abstract

Introduction: Advocacy and human rights organizations have called for a moratorium on
elective surgical procedures until the patient is able to fully participate in the decision-making
process. Due to the controversial nature surrounding surgery in differences of sex development
(DSD) care, we aimed to assess the factors that teens and adults with DSD, parents, healthcare
providers and other allied professionals consider pertinent to complex surgical decisions in DSD.

Methods: Stakeholders (n=110) in DSD care participated in semi-structured interviews exploring
features and potential determinants of successful healthcare outcomes. Audio-recordings were
transcribed, coded, and analyzed using qualitative data software. Codes for “Process of Decision-
Making” and “Successful Outcome—Surgery/Appearance/Function” were further searched using
keywords “surgery,” “procedure,” and “timing.”
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Results: Several themes were identified: 1) The nature or type of the decision being made;

2) Who should be involved in the decision-making process; 3) Timing of conversations about
surgery; 4) Barriers to decision-making surrounding surgery; 5) The elements of surgical decision-
making; and 6) The optimal approach to surgical decision-making. Many stakeholders believed
children and adolescents with DSD should be involved in the process as developmentally
appropriate.

Conclusion: DSD include a wide range of diagnoses, some of which may require urogenital
reconstruction to relieve obstruction, achieve continence, and/or address other anatomical
differences whether cosmetic or functional. Adolescents and adults with DSD desired autonomy
and to be part of the decision-making process. Parents were divided in their opinion of who should
be involved in making elective surgical decisions: the child or parents as proxy medical decision-
makers. Providers and other professionals stressed the importance of process and education around
surgical decisions. Ongoing research examines how decision-makers evaluate tradeoffs associated
with decision options.

Keywords

Differences of sex development; disorders of sex development; intersex; shared decision-making;
genital surgery; gonadal surgery; decision aids; proxy decision-making

1 Introduction

Differences of sex development (DSD)? is an umbrella term covering a wide range of
congenital conditions in which development of chromosomal, gonadal or anatomic sex

is atypical (Lee et al., 2006). DSD encompass a wide range of phenotypes and care
pathways, not all of which include a surgical component. Surgical interventions in DSD
fall in four main categories: 1) Reconstruction of external genital tissue to achieve more
typical appearance and function (e.g., genitoplasty, hypospadias repair); 2) Repair related
to obstruction or absence of Mullerian structures (e.g., creation of vaginal opening); 3)
Gonadal removal to eliminate tumor risk or likelihood of a contrasexual puberty; and 4)
Reconstruction of perineum (Lee et al., 2016). Historically, sex assignment in the newborn
period was accompanied by surgical intervention to “normalize” genital appearance and
function. Surgeons have traditionally favored early timing of procedures (Mouriquand, et
al., 2016) and parents may experience the desire to proceed with these surgeries for their
child early in life to circumvent shame or stigma (Fedele et al., 2010; Sanders et al., 2007;
Wisniewski & Tishelman, 2019).

Despite early timing of reconstructive urogenital surgery having been the standard of

care since the 1950s, intersex advocacy and human rights organizations have called for a
moratorium on elective procedures until the patient is cognitively capable of being fully
involved in the decision-making process. Commonly cited reasons against early surgery
are the associated complications, including scarring, pain, and sexual dysfunction (Kon,

1The term “disorders of sex development” (DSD) was proposed during the 2005 International Consensus Conference on Intersex (Lee
et al., 2006). However, the word “disorder” is considered by some to be stigmatizing. As such, we use the term “differences of sex
development” to recognize the controversy over labels given to these conditions. Although “Intersex” is a term preferred by some, we
opted to use DSD as an expression of person-first language (Dunn & Andrews, 2015).
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2015). Uncertainty over gender identity stability and loss of endogenous sex hormone
production and fertility potential stemming from gonadectomy are additional reasons in
favor of deferring surgery until the patient’s preferences have matured (Anderson, 2015).
Additionally, management of certain diagnoses has evolved, as is the case of complete
androgen insensitivity syndrome (AIS), with some individuals preferring to retain their
gonads, to allow for endogenous hormone production from puberty, and with expanding
knowledge of low malignancy risk (Weidler et al., 2019). A principle of pediatric ethics
states that when it is unclear what the long-term best interest of the child may be, the
decision should default to a child’s right to an “open future,” and a parent is obligated to
hold certain rights safe until a child is mature enough to make up their own mind (Feinberg,
1980; Feinberg, 1992; Kon, 1992). There is a caveat inherent in the open future argument
as once a parent decides in either direction for a child (early surgery vs no early surgery),
the child will grow and develop within the context of that decision. Given the complexity of
decisions, uncertainty and lack of research with long-term outcome, and preference-sensitive
options within DSD, shared decision-making is recommended.

Shared decision-making is defined as the process by which a provider and patient and/or
parent reach an agreement, through collaborative deliberation, regarding the best treatment
possible after discussing all options (Charles, Gafni, & Whelan, 1997; Legare & Witteman,
2013). This model takes the patient’s and family’s values and opinions into account while
relying on the expertise of the provider. Increasingly, providers are moving away from the
paternalistic model of practicing medicine in DSD care as parents and adolescent or adult
patients participate in the treatment planning. Providers have been strongly encouraged to
practice shared decision-making since the 1990 Institute of Medicine report (IOM, 2001)
and many believe they are. However, when observed in the clinic space, many are providing
what might be considered “patient-centered” without fully adhering to the principles of
shared decision-making (Lipstein et al., 2014; Sandberg et al., 2019; Timmermans et al.,
2018).

In the current paper, we explored how different stakeholders evaluate the decision-making
process involved in making surgical decisions for patients with DSD. We aimed to
understand from the stakeholders and identify themes to guide approaching this decision-
making process.

2 Materials and Methods

The methods of the first phase of the Defining Successful Outcomes and Trade-offs (DSOT)
study, a multicenter qualitative phenomenological study, which included three collaborating
sites, each with a DSD care team, are described elsewhere (Suorsa-Johnson et al., 2022).
Each of the three sites were children’s hospitals and members of the US-based Differences
of Sex Development — Translational Research Network (Délot et al., 2017; Sandberg et al.,
2017). A summary and additional details pertaining to specific aspects of this project are
provided below.
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2.1 Participants and Recruitment Procedures

Participants were recruited from four stakeholder categories: 1) Individuals with a DSD (15—
40 years of age) (n=24); 2) Parents (either one or both caregivers) of individuals with a DSD
(child of any age under 25 years) (n= 19); 3) Healthcare providers who specialized in DSD
(e.g., gynecologists, urologists) and primary care physicians (n=37); and 4) Other allied
professionals with familiarity or expertise in DSD (e.qg., hospital administrators, lawyers,
clergy, etc.) (n=30) (Table 1).

Eligible participants for the group of individuals with a DSD were defined as having a
diagnosis or clinical presentation meeting the 2006 Consensus Statement definition for

DSD (Lee et al., 2006). Individuals with a DSD were identified by clinic rosters or

though patient support and advocacy organizations, and approached either in person, by
phone, or in writing (i.e., letter or email). Adults with DSD were approached directly;
parents were contacted for permission to contact adolescents (<18 years). Exclusion criteria
included lack of fluency in English, a diagnosis of Klinefelter and Turner syndromes without
anatomic atypicality, and any significant reason that would prevent meaningful participation
in interviews (e.g., developmental delay, current inpatient hospitalization). English-speaking
parents (18 years or older) of individuals with a DSD aged 0-25 years were identified
through the clinics and eligible if they had an active role in managing their child’s condition.

Providers were identified as either being a member of a DSD multidisciplinary team or

a primary care physician of a patient with DSD. Allied professionals providing services
to individuals who had a DSD or having familiarity with the diagnoses (e.g., hospital
administrators involved with establishing best practices and care models within centers;
peer support organization leaders) were targeted for recruitment. Providers and allied
professionals were also identified through publications or by reaching out to advocacy
leadership, through membership in DSD-related groups, or through snowball sampling.
They were contacted through the collaborating site’s primary investigator via email or by
in-person communication.

Each site’s Institutional Review Board (IRB) formally ceded oversight to the lead site’s
IRB where ethical approval was granted. Consent was obtained from the parent and/or adult
with DSD; assent was obtained from the teens. Participants were compensated $20 for their
participation.

2.2 Interviews

Small group or individual interviews were scheduled and conducted by one of five
moderators, all knowledgeable about DSD care, at one of three participating medical
centers. An interview guide was created by study investigators and consultants, following a
phenomenological model, which asked open-ended questions designed to elicit a discussion
surrounding two main points: 1) What is considered a successful outcome in DSD care and
2) What are the steps for achieving these outcomes (Suorsa-Johnson et al., 2022). Interview
participants were also queried on specific topics such as outcomes at different life stages
(e.g., infancy, childhood, adolescence), surgical care and outcomes, decision-making, gender
identity, and fertility. Interviews were conducted either in-person or over the phone and each
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session was audio-recorded. The recordings were transcribed verbatim by research staff,
checked for accuracy, then redacted to remove personal identifiers. Additionally, participants
provided demographic variables such as age, self-identified gender, ethnicity/race, highest
level of education attained and sexual preferences.

2.3 Data Analysis

Transcribed interview files were uploaded in NVivo 12 (QSR International, Victoria,
Australia) and coded at the paragraph level. Codebook themes were developed by members
of the research team and validated by members not involved in codebook creation. Applying
an iterative process, the codebook was updated as new themes became apparent in the data
(see Suorsa-Johnson et al., 2022 for coding details).

For this study, codes related to the process of decision-making and surgical outcomes
specifically related to appearance and function were further queried using the keywords
“surgery”, “procedure”, or “timing”. Transcript excerpts for relevant codes and text searches
were reviewed by three authors (EW, MG, and KSJ) and a student (CM). Authors
independently reviewed themes and collaboratively organized and consolidated themes to
ensure reliable analysis. Themes were reviewed by the larger research group and changes
were made following group discussion.

3 Results

Several themes emerged after reviewing all relevant codes. Different stakeholders offered
varying perspectives on each topic as part of the broader discussions.

3.1 What is the nature of the decision?

Due to the variety of anatomical and functional differences in DSD, the actual decisions
needing to be made varied widely. For some, the decision was about surgery to normalize
genital appearance, while for others, the decision was about removal of the gonads.

“Surgery to make her genitalia look female and function and you know do whatever
she needs to do for puberty and for sex and whatever else.”
— Parent of individual with DSD

In some cases, the surgical decision was regarding function rather than appearance of the
genitals.

“They could do a surgery where they remove some of the inside of her cheek and
put it in her lining to stretch it, and if she wants children, that’s going to have to
happen.”

— Parent of individual with DSD
Others expressed specific feelings on the concept of choice or decision-making.

“An important thing is [that] not making a decision is making a decision”

— Advocacy group leader
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“People would be exactly how they are. And that should be just as valid of a choice
as me having surgery...”

— Adult with DSD

3.2 Who should be involved in the surgical decision-making process?

The sentiment of most participants is that the patient should be the “decision-maker” when
old enough to do so, though some did feel that parents should participate in a shared
decision-making model between providers, parents, and patient. One parent referred to it as
a “team” discussion between parents, patient, and providers.

“We don’t really feel like our decision to defer was our choice; we felt it was [our
daughter]’s right; and we protected that right.”
— Parent of individual with DSD
Some participants felt that parents should not be the ones making the decisions to perform
surgery.
“I’m not a big fan of giving kids surgery just because you can’t undo it.”
— Adult advocate with DSD
“I think the biggest issue that was done to me was that... | wasn’t involved in the
decision.”
— Adult with DSD

Others felt that parents can or should make the decision. Some parents discussed feeling
decisional conflict in not wanting to make the wrong decision for their child.

“We allow parents an enormous amount of discretion to make decisions about

their children and how they raise their children... which may have very profound
influences on the kid and simply saying ‘no you can’t do this to your children,” as if
it’s somehow the same as child abuse, | think it’s very problematic.”

— Bioethicist
“The easiest decision that | made was the surgery. Just knowing that ‘hey, she has
female parts, she is going to be a female.” That made sense to me.”
— Parent of individual with DSD
“The reason why | took the decision to do that as a parent, was because first, again,
I’m from a very conservative, very traditional family, our family is very focused on

the family: the role of a woman, the role of a man and things like that. So that had a
lot to do with it too, because | thought that [our/my daughter] should look normal.”

— Parent of individual with DSD

Some individuals with DSD also felt the parents could make those decisions for young
children and were happy the decision to have surgery was made for them.

“I’m not self-conscious, but if nothing were done, it would be bad.”
— Adult with DSD
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“So, if I were younger and she did make that decision for me, | would have been
okay with it.”

— Adult with DSD

3.3 When should conversations about surgery occur?
Participants felt that the conversations surrounding surgery and their body should occur
throughout the patient’s life.

“Starting at a very young age with the simple things. You know, some parents don’t
think that they are old enough... but I think, at about nine or ten, | started letting
them make their own decisions at the doctors.”

— Parent of an individual with DSD

Others were more specific about ages, with estimates generally falling in the teen years.
Some parents felt that prior to 12 years of age, the child is still too young to understand.

“Twelve to thirteen or so. You know, we can have her sit down and talk and I’'m
sure by then she’ll know what she has and all that stuff. | feel like surgery would
be a decision that she can make... So that way, she feels like she’s making that
decision and not somebody else”

— Parent of individual with DSD
“As they become developmentally mature enough, kind of turning it over to them
as much as possible... 8.5 and 9 is still too young.”

— Parent of individual with DSD

“So, | was old enough to make my own decision. | was fifteen or sixteen.”
— Adult with DSD

If a child had surgery early in life, adolescents, and adults with DSD felt that the child
should know what has happened to their body once they start to ask questions or once they
can start to understand concepts about their body and what has been surgically changed.

“You know, if [a child] started to engage, | think that would be my cue as any time
there is a point of engagement and questioning, that would start the conversation
[about surgical procedures].”

— Adult with DSD
“I mean if the kid doesn’t grasp everything that is fine and dandy. But, at the same

time, | don’t think parents should ever hold any information about a child from
them.”

— Adult with DSD

3.4 Barriers to surgical decision-making

Worries about decisional regret and the potential for resentment of the child toward the
parents were voiced by several parents as barriers in the decision-making process, whether
the decision ended up being for or against surgery.
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“One of the things that you worry about as a parent, when you have to make

decisions for your kid is, “are they going to resent me for this’.
— Parent of individual with DSD

“Biggest worry coming out of this is that she is going to be mad at us that we didn’t
do the surgery.”

— Parent of individual with DSD
Parents express fears of their child being bullied or ostracized due to their genital difference.

“[Other parents are] worried about how their kid is going to grow up, and they’re
worried about their child being bullied, or they’re worried about themselves being
bullied or pushed out or ostracized.”

— Parent of individual with DSD

Some participants felt physicians may be withholding information about alternative options
to surgery from families or not giving them correct information.

“I’ve spoken with a couple of people who were very close to having surgery and
the reasoning was that they kept having urinary tract infections and that long-term
use of antibiotics was damaging which is true. What [the physicians] didn’t tell the
patient was that there’s an over-the-counter medication, which sticks to the urinary
tract and keeps germs from sticking to the urinary tract. So... Is it the surgery that
you’re promoting or is it the health of the patient that you’re promoting? What are
the other options that you’re not talking about?”

— Adult advocate

Many also believed cultural or religious obligations could pressure parents to choose surgery
for their child.

“Depending on the tradition, it can be this kind of sense of imposing, too, like you
have to do this.”

— Chaplain
“Depends on, you know, where the family is [living] and the type of lifestyle

that they have... certain parts of the country... recognizing the specifics of that
environment is going to play a huge part.”

—Social scientist

Regardless of counsel from providers against surgical intervention, some parents felt the
need to undertake surgery.

“Sometimes there are circumstances where despite the best counsel from
physicians, from psychologists, from other supportive families, especially along the
lines of don’t intervene, families are going to feel like they have to obtain surgical
intervention typically in a cosmetic way.”

— Bioethicist
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“Almost all the parents that come in asking for [surgery] really want it and
eventually, if we do a lot of counseling and talk to them a lot, they will come

back to that is what they want-they want their kid to look as normal as possible, and
they feel that that is going to make them have a better outcome... a lot of them just
struggle with that idea of not doing anything.” — Gynecologist

“I think the cases that we’ve struggled with the most are ones where families from
particular cultures have a very strong feeling about the desirability of having either
a male child or female child is one case in particular where a newborn baby was
the sixth or seventh child in the family where all the previous children had been
girls, and this is the child with the DSD. They really wanted a boy, and that was
anatomically possible from a cosmetic point of view and that’s what the family
wanted to do. We really wanted to be clear with them that all the risk we’ve been
talking about are real and it would be better to wait for the child to make the
decision itself, and this family really needed for themselves to go forward to having
a boy. They ended up going through another institution for surgery.”

— Bioethicist

Some parents expressed experiencing pressure from providers to do early surgery and that
no one told them it was not medically necessary for their child to have surgery.

“We had doctors pushing that at us so much when [first daughter] was born. Oh my
gosh, ‘testes have to come out,” ‘she has too big of this. You gotta get this altered
and this fixed.””

— Parent of individual with DSD
“It is not medically necessary to do that surgery. At all. And no one told us that for
the longest time.”

— Parent of individual with DSD

3.5 Process/Approach to Decisions Regarding Surgery
3.5.1 Elements/Information—Participants expressed several themes regarding the

necessary elements for decision-making, including that the child and parents should have
sufficient information to make an informed decision.

“A lot of it is really just getting to know the person; [the medical team should]
spend a day with them [the patient] if that is optional. And if they have the time,
spend the day with them, get to know them, and basically what their family feels
too because a lot of it is also family members.”

— Adolescent with DSD

“Education, I think, is really important with the families about what we’re trying to
achieve so they feel they can make educated decisions because sometimes there is a
tradeoff.”

— Urologist
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To avoid bias in persuading a patient to choose one way or another, providers need to
consider what is discussed, how the families are informed, and what alternatives may be
offered. Participants noted that families need to understand the trade-offs and what the
long-term effects of that decision would be.

“It’s a discussion about, in part, what are the values of the patient and the family
themselves, you know, what’s important to them because.... surgeries carry quite
the risk, quite the risk. Even apart from the actual procedure itself, it’s just the
nature of anesthesia and all the rest of it and so, helping educate the family about
the specific surgical procedure and whether or not it has implications for function
and sexual health down the line versus simply appearance is really important to be
able to be sure families are making the choices they want to make and understand
the risks, benefits- not benefits, for the child’s future health.”

— Nurse

Participants also noted that providers should provide families with the known trade-offs
associated with each treatment option, surgical and non-surgical, and take a patient-centered
approach when having these ongoing discussions.

“| think it comes down to like, it’s focused around the family. And, for us as
healthcare providers, we need to help them understand what these tradeoffs really
mean and what the long-term effect of these might be. And I think that if we do a
good job with them helping understand, then I think they’ll make, as patients, the
right decisions for themselves and hopefully be happier because they have a better
expectation as to what will happen.”

— Pediatric surgeon

3.5.2 Approach to Decisions—Providers need to understand where the family is in
their process and understand their backgrounds (sociocultural, religious, educational) and
expectations.

“So, we see people from all walks of life and from all spiritual beliefs and all
cultural differences. And it’s a very different conversation that you’re going to have
with a family who has Jewish Orthodoxy as their faith base versus someone from
the Middle East, who sees a woman as a wife and a child-bearer and that’s her
primary role. Or a conservative Christian who has a very strong belief system about
‘we are made just as God made us and we shouldn’t be trying to change that. That
we should be satisfied with the way we are made.” So, when we speak to families,
we try to be very culturally sensitive.”

— Nurse

Participants felt that using educational resources or decision aid to guide decisions needing
to be made could be helpful. It was also discussed in interviews how patients and parents
have talked to other families and individuals with DSD and found it very beneficial in

fully understanding the decision. In addition to meeting those who had opted for surgical
intervention, participants also thought it would be helpful to meet with individuals who had
not undergone surgery in order to garner both viewpoints. Stakeholders pointed out that
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there should be a team of people treating the individual with DSD, no matter the life stage,
and some suggested that support groups should be a part of that team. Adolescents and
adults with DSD desired open communication from providers and parents to equip them to
better make informed decisions about their bodies and care, and that this communication
should take place over time.

“l mean there is no set number of hours or visits [to discuss surgical options]. It’s
more of a kind of a readiness gestalt in terms of how well they understand, how
much they think to retain and understand what all the implications are, what the
diagnosis is, or how it occurred and what the implications are for the future. Or
what the implications are with or without surgery. And that would never happen in
one visit. Probably wouldn’t happen in two [visits].”

— Urologist

4 Discussion

We explored how various DSD stakeholders within DSD care view surgery and the
decision-making processes involved. This study highlights that although many feel early
surgery should be deferred until a patient is old enough to participate in the decision or
consent for themselves, the decision is complex and there are different perspectives amongst
stakeholders.

Whether the child or adolescent has the decision-making capacity due to their age or
maturity level, our study showed that many participants thought that the patient should

be involved in the decision. This is consistent with the literature evaluating children with
chronic conditions which supports integration of the patient’s preferences into their clinical
care (Lipstein et al., 2013). A limitation of our study, and the extant literature, is what should
be done during the years when children are not yet old enough to be meaningfully involved
in decision-making about their own care. There were some parents in our study who thought
the decision should be theirs. However, it is unclear if this was because they felt it was
meant to be their decision as the proxy medical decision maker, or if at the time the decision
was made, it was the norm to not wait until the child could be involved in the decision,

or that parents felt they needed to defer to providers. Providers voiced that education and
time to consider the decision and the ramifications thereof were key factors in surgical
decision-making. Decision aids were also discussed as a modality to assist the families in
making decisions. Provider biases and preferences should also be taken into consideration,
especially in the shared decision-making framework, as their views during the counseling
process may sway decisions (Kremen et al., 2022).

The 2006 Consensus Statement (Lee et al., 2006) emphasized that open communication with
patients and families is essential and that their participation in the decision-making process
should be encouraged. The 2016 Global DSD Update went a step further to recommend that
the individual’s right to make decisions about their bodies or health be upheld and reiterated
the need for a shared decision-making model with the individual themselves. The Global
Update did recognize that there can be an ethical conundrum when respecting the parents’
and families’ wishes but also allowing for patient or individual autonomy: “While each of

Front Urol. Author manuscript; available in PMC 2023 November 02.



1duosnuen Joyiny 1duosnuey Joyiny 1duosnue Joyiny

1duosnuen Joyiny

Weidler et al.

Page 12

these [ethical] principles is important, striking the appropriate balance among them becomes
challenging in the clinical setting. For example, respecting parents’ wishes for early genital
surgery may impinge on the child’s right to participate in decision making and may reduce
the child’s options for the future” (Lee et al, 2016, p. 176). McCabe (1996) offered a
framework for which an adolescent could participate in their own medical decision-making.
There are three levels of participation: 1) Receiving information about illness status and
treatment which includes procedures; 2) Shared decision-making with caregivers; and 3)
Autonomous decision-making, which may include the option for the adolescent to defer to
the caregiver to make decisions. The American Academy of Pediatrics (AAP) recognizes
that encouraging the patient to take a bigger role in their own healthcare results in treatment
compliance and confidence-building (Katz et al., 2016).

The cornerstone of shared decision-making is combining expert knowledge and equipping
the patient or parent to weigh their informed preferences for option outcomes. The AAP
describes the need to shift the rhetoric from parental rights toward parental responsibility by
shifting the support to the child and away from the needs of the parents (Katz et al., 2016).
The American Medical Association (AMA), in a special report for decision making and
DSD, stated that parents are understood to be the best decision-makers, taking into account
the child’s long-term interests, and in general their position should be respected. It further
clarified that children should have a role in decision-making, when possible, and physicians
should seek the patients’ assent to decisions about their body or care. “Physicians (and
parents/guardians) should respect a child’s refusal to assent to proposed treatment. Even
when immediate treatment is essential to preserve well-being, physicians should explore
the child’s reason for dissent” (AMA, 2019, p. 4). This theme surfaced in our study with
several participants stating that there needs to be a greater level of importance placed on

the patient or individual with DSD, rather than the parents. Due to the nature of certain
surgical interventions, which may not be medically necessary, many guidelines question the
parents’ right to decide for early surgery, particularly in instances where a child is unable to
participate in decision-making and where decisions may have a life-long impact, such as on
sexual function (Lee et al., 2016).

There was no consensus across stakeholders on the age at which patient involvement in

the decision would be appropriate, with some stating when “developmentally appropriate”
but not offering a concrete age. Most adults with a DSD felt that decision-making during
adolescence was appropriate. Weithorn and Campbell (1982) evaluated groups of children
and adolescents, ranging from 9 to 21 years of age, who rated medical dilemmas involving
care for diabetes, epilepsy, depression, and enuresis to determine whether they had the
capacity to provide informed and competent medical decisions. Children aged 14 years and
older were found to be on the same competency level as adults. Younger children who were
9 years of age seemed to lack the capacity for rationalization of treatment decision-making.
This increasing competency for decision-making as one grows up has been replicated in
other studies assessing a child’s ability to comprehend medical or research consent/assent
(Billick et al., 2001; Miller et al., 2004; Tait et al., 2003). This finding and sentiment aligns
with the patient-parent-provider model of shared decision-making recommended by some
participants in our study to include children more as they mature. A noteworthy caveat from
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one study was that children tend to be influenced by their parents when making treatment
decisions well into their young adulthood years (Scherer, 1991).

Even though parents were traditionally believed to be the best representatives to make such
decisions, a parent’s own biases regarding stigma or shame might be driving decisions more
than other factors that may be in the child’s best interests, and this should be considered in
the discussions with families (Fedele et al., 2010). Parents in our study verbalized a fear of
their child being made fun of or ostracized later in life due to their genital difference. It is
recommended that the care team discusses these fears with the parents to better understand
motives for surgery and equip them to handle these concerns. To parents, it may feel

that the decision is either between early surgery or doing nothing for their child, which
underscores the involvement and role of non-surgical providers, such as behavioral health
providers. Providers in general should discuss how the decision is not surgery versus no
care by including a psychosocial component, or by having a behavioral health provider

as part of the team, by incorporating educational and support materials, and allowing for
personalized recommendations and referrals. It is important to note that our study shares

a range of thoughts and preferences of various stakeholders on multiple aspects regarding
surgery and the decision-making process. These perspectives are important in highlighting
a range of opinions that can be incorporated in the shared decision-making process, which
should consider all the benefits and trade-offs of these complex decisions.

4.1 Conclusion

Elective surgical procedures for DSD are being justifiably scrutinized in our current society
as medicine has made efforts to move away from a paternalistic approach to a patient- and
family-centered model of care (I0M, 2001). Our study supports that shared decision-making
is considered the gold standard for these difficult decisions, and stakeholders would like

to see more involvement of the patient in the shared decision-making team. Developing

a process for surgical decision-making in DSD by providing time to educate patients and
families and weigh all options in an informed manner, as well as offering the opportunity to
speak to others who have gone through the process (e.g., speaking to those who have made
decisions for early surgery versus waited), while recognizing one’s personal biases, are key
elements.

Acknowledgments

We would like to thank Catherine Mykolajtchuk for her assistance in collating and interpreting the data. We would
also like to thank all the collaborating sites and the participants for sharing their voices and perspectives.

Funding
This ongoing research is supported by grants from the Eunice Kennedy Shriver National Institute for Child Health
and Human Development (R01 HD086583 and R01 HD093450).

References

1. Lee PA, Houk CP, Ahmed SF, Hughes IA. Consensus statement on management of
intersex disorders. Int Consensus Conf Intersex Pediatrics (2006) 118(2):e488-500. doi: 10.1542/
peds.2006-0738

Front Urol. Author manuscript; available in PMC 2023 November 02.



1duosnuen Joyiny 1duosnuey Joyiny 1duosnue Joyiny

1duosnuen Joyiny

Weidler et al.

10

11.

12.

13.

14.

15.

16.

17.

18.

19.

Page 14

. Dunn DS, Andrews EE. Person-first and identity-first language: Developing psychologists' cultural

competence using disability language. Am Psychol (2015) 70 (3):255-64. doi: 10.1037/a0038636
[PubMed: 25642702]

. Lee PA, Nordenstrom A, Houk CP, Ahmed SF, Auchus R, Baratz A, et al. Global disorders of sex

development update since 2006: Perceptions, approach and care. Hormone Res Paediatrics (2016)
85(3):158-80. doi: 10.1159/000442975

. Mouriquand PD, Gorduza DB, Gay CL, Meyer-Bahlburg HF, Baker L, Baskin LS, et al. Surgery in

disorders of sex development (DSD) with a gender issue: If (why), when, and how? J Pediatr Urol
(2016) 12(3):139-49. doi: 10.1016/j.jpurol.2016.04.001 [PubMed: 27132944]

. Fedele DA, Kirk K, Wolfe-Christensen C, Phillips TM, Mazur T, Mullins LL, et al. Primary

caregivers of children affected by disorders of sex development: Mental health and caregiver
characteristics in the context of genital ambiguity and genitoplasty. Int J Pediatr Endocrinol (2010)
2010:690674. doi: 10.1186/1687-9856-2010-690674 [PubMed: 20628508]

. Sanders C, Carter B, Goodacre L. Parents' narratives about their experiences of their child's

reconstructive genital surgeries for ambiguous genitalia. J Clin Nurs (2008) 17 (23):3187-95. doi:
10.1111/.1365-2702.2007.02006.x [PubMed: 18047575]

. Wisniewski AB, Tishelman AC. Psychological perspectives to early surgery in the management of

disorders/differences of sex development. Curr Opin Pediatrics (2019) 31 (4):570-4. doi: 10.1097/
MOP.0000000000000784

. Kon AA. Ethical issues in decision-making for infants with disorders of sex development. Hormone

Metab Res (2015) 47(5):340-3. doi: 10.1055/s-0035-1547269

. Anderson S Disorders of sexual differentiation: Ethical considerations surrounding early cosmetic

genital surgery. Pediatr Nurs (2015) 41(4):176-86. [PubMed: 26470466]

. Weidler EM, Linnaus ME, Baratz AB, Goncalves LF, Bailey S, Hernandez SJ, et al. A
management protocol for gonad preservation in patients with androgen insensitivity syndrome.
J Pediatr Adolesc Gynecol (2019) 32(6). doi: 10.1016/j.jpag.2019.06.005

Feinberg J The child's right to an open future. In: Aiken WLH, editor. Whose child? Children’s
rights, parental authority and state power. Totowa, NJ: Littlefield (1980).

Feinberg J The child's right to an open future. In: Freedom and fulfillment: Philosophical essays.
Princeton, NJ: Princeton University Press (1992).

Charles C, Gafni A, Whelan T. Shared decision-making in the medical encounter: What does

it mean? (or it takes at least two to tango). Soc Sci Med (1997) 44(5):681-92. doi: 10.1016/
S0277-9536(96)00221-3 [PubMed: 9032835]

Legare F, Witteman HO. Shared decision making: Examining key elements and barriers to
adoption into routine clinical practice. Health Aff (Millwood) (2013) 32 (2):276-84. doi: 10.1377/
hlthaff.2012.1078 [PubMed: 23381520]

Institute of Medicine and Committee on Quality of Health Care in America. Crossing the quality
chasm: A new health system for the 21st century. Washington, DC: The National Academies Press
(2001).

Lipstein EA, Dodds CM, Britto MT. Real life clinic visits do not match the ideals of shared
decision making. J Pediatr (2014) 165(1):178-83.e1. doi: 10.1016/j.jpeds.2014.03.042 [PubMed:
24795203]

Sandberg DE, Gardner M, Kopec K, Urbanski M, Callens N, Keegan CE, et al. Development of
a decision support tool in pediatric differences/disorders of sex development. Semin Pediatr Surg
(2019) 28(5):150838. doi: 10.1016/j.sempedsurg.2019.150838 [PubMed: 31668291]
Timmermans S, Yang A, Gardner M, Keegan CE, Yashar BM, Fechner PY, et al. Does
patient-centered care change genital surgery decisions? The strategic use of clinical uncertainty
in disorders of sex development clinics. J Health Soc Behavior (2018) 59 (4):520-35. doi:
10.1177/0022146518802460

Suorsa-Johnson KIl, Gardner MD, Baskin A, Gruppen LD, Rose A, Rutter MM, et al. Defining
successful outcomes and preferences for clinical management in differences/disorders of sex
development: Protocol overview and a qualitative phenomenological study of stakeholders'
perspectives. J Pediatr Urol (2022) 18(1):36 el—el17. doi: 10.1016/j.jpurol.2021.10.020

Front Urol. Author manuscript; available in PMC 2023 November 02.



1duosnuen Joyiny 1duosnuey Joyiny 1duosnue Joyiny

1duosnuen Joyiny

Weidler et al.

20.

21.

22.

23.

24.

25.

26.

27.

28.

29.

30.

31.

Page 15

Délot EC, Papp JC, DSD-TRN Genetics Workgroup, Sandberg DE, Vilain E. Genetics of
disorders of sex development: The DSD-TRN experience. Endocrinol Metab Clin North Am
(2017) 46(2):519-37. doi: 10.1016/j.ecl.2017.01.015 [PubMed: 28476235]

Sandberg DE, Gardner M, Callens N, Mazur T, DSD-TRN Psychosocial Workgroup and the
DSD-TRN Advocacy Advisory Network, et al. Interdisciplinary care in disorders/differences of
sex development (DSD): The psychosocial component of the DSD-translational research network.
Am J Med Genet Part C Semin Med Genet (2017) 175(2):279-92. doi: 10.1002/ajmg.c.31561
[PubMed: 28574671]

Lipstein EA, Muething KA, Dodds CM, Britto MT. “I’m the one taking it”: Adolescent
participation in chronic disease treatment decisions. J Adolesc Health (2013) 53(2):253-9. doi:
10.1016/j.jadohealth.2013.02.004 [PubMed: 23561895]

Kremen J, Harris RM, Aston CE, Perez M, Austin PF, Baskin L, et al. Exploring factors associated
with decisions about feminizing genitoplasty in differences of sex development. J Pediatr Adolesc
Gynecol (2022) 35(6). doi: 10.1016/j.jpag.2022.08.004

McCabe MA. Involving children and adolescents in medical decision making: Developmental
and clinical considerations. J Pediatr Psychol (1996) 21(4):505-16. doi: 10.1093/jpepsy/21.4.505
[PubMed: 8863460]

Katz AL, Webb SA, Committee On Bioethics. Informed consent in decision-making in pediatric
practice. Pediatrics (2016) 138(2):e20161485. doi: 10.1542/peds.2016-1485

American Medical Association. CEJA report 3-1-18. report 3 on the council on ethical and
judicial affairs (1-1-19): Amendment to e-2.2.1, “Pediatric decision making” (Resolution 3-A-16,
“Supporting autonomy for patients with differences of sex development [DSD]”) (Resolution
13-A-18, “Opposing surgical sex assignment of infants with differences of sex development”).
American Medical Association, Council on Ethical and Judicial Affairs (2019).

Weithorn LA, Campbell SB. The competency of children and adolescents to make informed
treatment decisions. Child Dev (1982) 53(6):1589-98. doi: 10.2307/1130087 [PubMed: 7172783]
Billick SB, Burgert W 3rd, Friberg G, Downer AV, Bruni-Solhkhah SM. A clinical study of
competency to consent to treatment in pediatrics. J Am Acad Psychiatry Law (2001) 29(3):298-
302. [PubMed: 11592457]

Tait AR, Voepel-Lewis T, Malviya S. Do they understand? (part 11): Assent of children
participating in clinical anesthesia and surgery research. Anesthesiol (2003) 98 (3):609-14. doi:
10.1097/00000542-200303000-00006

Miller VA, Drotar D, Kodish E. Children's competence for assent and consent: A review

of empirical findings. Ethics Behav (2004) 14(3):255-95. doi: 10.1207/s15327019eb1403_3
[PubMed: 15875339]

Scherer DG. The capacities of minors to exercise voluntariness in medical treatment decisions.
Law Hum Behav (1991) 15(4):431-49. doi: 10.1007/BF02074080 [PubMed: 11660093]

Front Urol. Author manuscript; available in PMC 2023 November 02.



Page 16

Weidler et al.

(z9m) 9
q0 T
(Lome (z9m) 9
(6'88) ¥Z (T18) 08
(Lot Lot
(et Lot
(0°09) ST (#'8L) 62
(L9) ¥T (6'81) 2
8/-2¢ '(z'2T) 6'67 89-8Z (v'6) T'9¥

(o€ = u)sjeuossejoid PRIIIY (L€ = U)SIOPIN0IC d eoyfeaH

(som) 2
(€91
0
(8sn) €
(8sT) €
0
(T12) v
(€91
0

(som) ¢
0
(€9t
(€91

(8sT) €

(€9 ¢
(5'68) LT
(€9t

0
(7'89) €T
(918) 9

2552 '(69) 8¢

(6T = u)siLIEd

0
(e8)¢
(€8)¢

0

(z'62) L
(€8)¢

(sene
(e8)¢

(L9m) ¥

(€8¢

(802) §

(r21)8
(002) 9T
(o€n) €

@nt
(L16) 22
@nT

6-ST (T2 T2

(bz = u) asae yumsenpiaipu|

ABojourioopug
S211[e1090S JOPIN0Id 8 FedylfeaH
@asa Jejnonssion0
Alewoue ueLId||NIAl / SWOIpUAs HMHIN
sIsauabsAp [epeuob paxin
seipedsodAH
eise|diadAy Jeuaipe [enuabuod 21sse|d XX 9y
sIsauabsAp |epeuoh a1ajdwio)
Aydonisxa [eaeo|d / eaeo|D
awoJpuAs Aanisussul usbolpue [eried
aWOoIpUAS AlAlsuasul uabolpue a181dwo)
Ananisuasur usbolpuy
eljenuab snonbiquiy
(pauy1oads asimiay1o 10u) ASA AX'9F
Kouaiolyap aseusBoipAysp pioiaisAxolpAy-gd,1
Aauaiolap aselonpal-og

m.hi%@ﬁo /sisoubelp asa

oluedsiH

9JBl1 3UO Uey) alow / 13YlO

UM

oe|g / UBdLBWY ULy

2(%) U ‘aoey

1Yo

UBLLOA / 11D

ue / Aog

(%) U ‘Amuapl Japus

abuel {(Qs) uea|N :(sieak) aby
salyde Jbowsqg

Author Manuscript

‘TalqeL

Author Manuscript

A1oBayed Japjoyaxes pue solydesbowsap juedionied

Author Manuscript

Author Manuscript

Front Urol. Author manuscript; available in PMC 2023 November 02.



Page 17

Weidler et al.

BWOIPUAS JasneH-1a1SN 3 -ASUBNN0Y-1aABIN = HMHIN UBWdO[3ASP XS JO 90UBIAKIP = ASA UOIRIASP pIepuels = S ‘UOIIPU0d @S S,PIIYd 103}4a1 sasoubelp,, ‘siuedionsed wased jof

‘(8 = u) pauiodal-}|as a1am sasoubeip ‘suoireziuehlo AoeaoApe Jo 1oddns yBnoayl panIdal 8oy} J0) MBIASI LIeYD WOIY PAALISP a1aMm sasoubelp ‘saruljd ybnolyy paynioal asoyl Jo

14
$18Y10 J0 ‘18pue|S| J1198d / SAIEN ITeMeH ‘URISY = 1240,
‘Buissiw T=U pue Jamsue 0] paulfosp Juediored ana
‘erep Buissiw Joy paisnipe mmmm“cwo_mn_m

IION

(eeT) ¥
(een) ¥
(29m) g
(eeT) ¥
(29)e
(een v
(e€2) L

(0c = u)sfeuossejoId PRIIIY (L€ = U)Sspl0IdareayledH (BT =u)siuered (v =

(com) 9
(g0m) ¥
(sen) s
(com) 9
(g0m) ¥
(z9m) 9

diysiepea uoneziuefip Aoedonpy 7 poddns
90UBIIS [100S ‘UoIeasay
[eaun|D ‘yaresssy
SOILIT [edIpaIN
meT
UOIeNSIUIWPY 8JedUleaH
ale) |elolsed / Aouredeyd

SuoISs9J0Id PRIV
BuisinN ‘ABojoyeuoaN ‘84171 pPIIUD :1BYIO
A1abing |elauas) 7 ABojoin d1leIpad
ABojoyaAsd
3UIDIPAIAl 1U3S3|0PY 7 aJe) Arewlid
AB0]093UAS JUdISBIOPY 7P JLIIRIPad
SoIWOUaD) ‘Bulasuno) 218U ‘SINBUSD

u) dSae YUMS[enpIAIpU|

Author Manuscript

Author Manuscript

Author Manuscript Author Manuscript

Front Urol. Author manuscript; available in PMC 2023 November 02.



Page 18

Weidler et al.

‘Buiyew-uoisioap ol payesbaiul
pue paliuap! aJe saouaiayald pue ‘sjaljag ‘sanjen [eljiwey pue Juaiied YoIym ul a1ed palsiusa-Ajiwey pue -juaired paziseydwa sayoeoidde papuswiiodsy

Aiebuns Buipreba
suos199p 03 yoeo.dde ayi aq pjnoys reym

‘suondo UsaMIaq S}J0-8peI] JO UOITRUILIEXS U pue ‘suondo Jo s1oaps wisl-Huol Juswabeueuw [eajulld s 1oy suondo a|ge[ieAe |fe ‘uoIpuod sy}
Inoge aBpaMOU| PapNIOUT SPISU [BUOITRWLIOLU| WEs) 21edy3[eay aUy} SPISINO PUE UIYIA 9SO} 10 W0y uoiewloul pue 1oddns papnjour spasu payiuap|

¢Bupfew-uosoep
[eo1b.1ns Ul sjusWwid P 3yl a.Je ey

"sIaLLIRq
se pantas (pooypjiya Aea Burinp A1abans 1surebe 1o 104 821042 8} JO ssajpJefal) Juswaaibesip ssaldxa Jare] pjnom pliyd Jisy) yaiym oy uondo ue Buisooyd
pue 121631 [euoISIoap INoge ALIOM Se [Jam se ‘uoiBifal pue ‘ainnd ‘UoITeWIOJUISIW ‘UOBLIOLUI JO XIB| ‘Uoiieziyewhns payedionue Y)m paje1oosse ainssald

Bupfew-uosioep ealbins o1selleg

"30U32s3|0pe
pue pooyp|1yd a|ppIw usamiag sabe wouy Buiniels parewnss — srelidoisdde Ajjeiuswdolansp uaym,, uo Buiisiusd ‘yuedidnted Ag paLieA sauljawil
“uswiaBeuew [ea161ns Inoge s3I0y [euly apadaid pinoys uoissnasip [y ‘A1abIns 1noge uoissnasip apadaid pjnoys uonRIpuod s,3uslred syl INoge uoIssnasiq

¢,4n220 Asebuns
1NOQR SUOITES JSAUOD PINOUS USUAN

"JUaSU09 10 Juasse [nybulueaw apIAoid U PIIYd 8y} |1IUN UOIUSAIBIUI Jajap Sluated
1suodsal 8y suois1oap [ea1bins ale ‘Buiiew-uolsioap [ea1bins ul paajoaul Ajjngbuiueaw aq o} BunoA 003 aJe syusied dueipad Usymn
panjonul Ajjngbuiueaw aq 03 BunoA 003 ate Auew uaym awil e Je 1nd20 ssad0.d Buyew-uoisioap ays Jo syoadse se sannoiyip pasod
sjuaned apnjoul 03 a11sep 8y ‘siapiroid pue ‘sjuated ‘syusired papnjoul suoissnasip Buiew-uoisosp [ea16Ins Ul PaAJOAUL 3F PINOYS OUM 10} S3dUBIB)81d

1snwi o syualed Jo Al

¢Ss200.d Bupfew-uosIoap
[e216.nS dU} U1 PIAJOAUI B8] PINOUS OUM

‘Awoyoapeuoh Jo Aisejdoniuab
Buiajoaul pue ‘yioq Jo ‘uonouny ‘soueteadde Bunabire) asoy “Ba ‘Jaylp suoisioap Juswabeuew [ea1bins ‘s sso.ioe sadualayip d1dAlousyd usnlD

UOSI09P BU) JO BINJEU BUI S| TRUM

so|dwrex3 / uoniuleq

awey |

‘¢ slqeL

Author Manuscript Author Manuscript Author Manuscript

sawiay L

Author Manuscript

PMC 2023 November 02.

in

available

Front Urol. Author manuscript



	Abstract
	Introduction
	Materials and Methods
	Participants and Recruitment Procedures
	Interviews
	Data Analysis

	Results
	What is the nature of the decision?
	Who should be involved in the surgical decision-making process?
	When should conversations about surgery occur?
	Barriers to surgical decision-making
	Process/Approach to Decisions Regarding Surgery
	Elements/Information
	Approach to Decisions


	Discussion
	Conclusion

	References
	Table 1.
	Table 2.

