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Abstract

Background: The Netherlands and Belgium have been among the first countries to
offer non-invasive prenatal testing (NIPT) as a first-tier screening test. Despite
similarities, differences exist in counseling modalities and test uptake. This study
explored decision-making and perspectives of pregnant women who opted for NIPT
in both countries.

Methods: A questionnaire study was performed among pregnant women in the
Netherlands (NL) (n = 587) and Belgium (BE) (n = 444) opting for NIPT, including
measures on informed choice, personal and societal perspectives on trisomy 21, 18
and 13 and pregnancy termination.

Results: Differences between Dutch and Belgian women were shown in the level of
informed choice (NL: 83% vs. BE: 59%, p < 0.001), intention to terminate the preg-
nancy in case of confirmed trisomy 21 (NL: 51% vs. BE: 62%, p=0.003) and trisomy 13/
18 (NL: 80% vs. BE: 73%, p = 0.020). More Belgian women considered trisomy 21 a
severe condition (NL: 64% vs. BE: 81%, p < 0.001). Belgian women more frequently
indicated that they believed parents are judged for having a child with trisomy 21 (BE:
42% vs. NL: 16%, p < 0.001) and were less positive about quality of care and support
for children with trisomy 21 (BE: 23% vs. NL: 62%, p < 0.001).

Conclusion: Differences in women's decision-making regarding NIPT and the con-
ditions screened for may be influenced by counseling aspects and country-specific

societal and cultural contexts.
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Key points

women (59%).

1 | INTRODUCTION

In 2011, the non-invasive prenatal test (NIPT) was introduced as a
new screening test for the detection of the most common fetal an-
euploidies: trisomy 21 (Down syndrome), 18 (Edwards syndrome) and
13 (Patau syndrome). This highly accurate test is based on the anal-
ysis of cell-free DNA derived from the placenta in maternal blood.*™3

The clinical implementation of NIPT differs widely between
countries.* In many countries, NIPT is provided by commercial or-
ganizations, medical professional associations and private insurers
only (e.g. the United States), while in other countries, NIPT is
embedded in public health (e.g. Canada).*° Important differences
exist regarding the costs of NIPT, which can be either fully, partly or
not reimbursed within (national) prenatal screening programs. These
costs of NIPT may constitute a barrier for pregnant women to
consider NIPT, raising concerns about justice and inequitable ac-
cess.*® NIPT can be offered to high-risk populations with an
increased risk of fetal aneuploidy following first-trimester combined
screening (FTCS) or as a first-tier screening test offered to all preg-
nant women.* NIPT can be implemented using screening methods
specifically targeting at trisomy 21, 18 and 13,”® single-nucleotide
polymorphism-based with also detection of fetal microdeletion syn-
dromes,’ or as a genome-wide approach.’® Some countries report on
fetal sex and additional findings (findings other than trisomy 21, 18
and 13), while others choose not to.

Belgium and the Netherlands are among the few countries
worldwide to offer NIPT as a first-tier screening test to all pregnant
women as part of a national prenatal screening program. Because of
the potential clinical and moral dilemmas in case of an abnormal or
inconclusive test result, an informed and autonomous decision, as
proposed by national advisory boards in both countries, should pre-
cede participation in prenatal screening for fetal aneuploidy.**~*

The explicit emphasis on providing non-directive counseling and
neutral information should prevent routinized or unconsidered use of
prenatal screening tests.

Despite similarities, both countries differ in their NIPT imple-
mentation strategies, counseling modalities, reporting strategies,
costs, prenatal care systems, societal and cultural aspects and legal

conditions for the termination of pregnancy. Also, the uptake of NIPT

What is already known?

DIAGNOSIS-WILEY—L**

e Informed choice is considered important when deciding whether or not to participate in
prenatal screening to ensure reproductive autonomy.

e Non-invasive prenatal testing (NIPT) implementation in various countries reveals striking
similarities and differences

What does this study add?
o Level of informed choice for screening with NIPT differs between Dutch (83%) and Belgian

e Societal, cultural and counseling aspects may impact pregnant women's perspectives and
decision-making on prenatal screening with NIPT.

between both countries differs: in 2019, NIPT uptake in Belgium was
79%° compared with 46% in the Netherlands.2®

It remains unclear how these differences impact women's per-
spectives and subsequent decision-making regarding NIPT. There-
fore, this study aims to explore and compare informed decision
making, perspectives on trisomy 21, 18 and 13 and pregnancy
termination among pregnant women who opted for NIPT in Belgium
and the Netherlands.

2 | MATERIALS AND METHODS

A cross-country comparative study on pregnant women's decision-
making and perspectives on trisomy 21, 18 and 13 was conducted
between the Netherlands and Belgium using a questionnaire. The
questionnaire study was approved by the VU University Medical
Center Amsterdam Ethical Committee (the Netherlands: VUMC No
2017.165) and by the Ethical Committee of UZ Leuven (Belgium: No
$63445).

2.1 | Context: Prenatal care and screening in the
Netherlands and Belgium

Box 1 presents a comparison between prenatal screening policies in
both countries.?”~2! While in the Netherlands NIPT counseling is
standardized (30 min at the time of study by a trained and certified
obstetric health care professional), and only for women that
acknowledge their wish to receive information about prenatal
screening, in Belgium, the counseling is performed during the preg-
nancy intake consultation by a midwife, a family doctor or an
obstetrician without additional training. The cost of NIPT for women
in Belgium is €8.68 compared to €175 in the Netherlands. While in
the Netherlands genome-wide NIPT is performed, with or without
additional findings, in Belgium, the offer differs between commercial
and academic centers in terms of targeted versus genome-wide NIPT.
In the Netherlands, NIPT is centralized in three laboratories, whereas
in Belgium, besides the academic genetic centers also, many smaller

local laboratories perform the test.
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Box 1. Differences and similarities in the organization of prenatal screening in the Netherlands and Belgium

Implementation of NIPT

Initial obstetric care
provider

Pre-test information and
counseling NIPT

NIPT offer

Netherlands

Since 2017, NIPT is offered as part of a national prenatal
screening program within the TRIDENT-2-study.” The
offer of prenatal screening is standardized and
coordinated by the National Institute for Public Health
and the Environment (RIVM).NIPT is subsidized by the
Ministry of Health

Community midwife (90%)®

Obstetrician (10%)

Uniform: all women should be offered a 30-min counseling
session by a certified obstetric care provider.?!
Information leaflet is available in five languages. Two
websites offer information about prenatal screening
and the TRIDENT-2 study

Uniform: genome-wide NIPT screening for trisomies 21, 18
and 13. Women may opt to be informed on additional
findings (findings other than trisomies 21, 18 and 13).
Sex chromosomes are not analyzed and fetal sex is not
reported. Blood draw from 11 + O weeks

Belgium
Since 2017 NIPT is reimbursed by the National Institute

for Health and Disability Insurance (NIHDI) and
offered as first-tier prenatal screening test

Obstetrician (44%)
Obstetrician + midwife + family doctor (55%)
Midwife (0.3%)%2°

Diverse: offered information (tools) and counseling differs
between centers and obstetric care providers. Women
are informed on disorders which can be detected by
NIPT, cost and reporting policy. Women's questions
were answered

Diverse: differences exist between genetic and regional
centers, most (70%) centers offer only genome-wide
NIPT, while some offer only targeted NIPT (only
trisomies 21, 18 and 13). Sex chromosomal
aneuploidies are not reported, fetal sex is reported on

Out-of-pocket costs NIPT €175
NIPT uptake in 20192 46%

Prenatal screening for
structural anomalies

Termination of pregnancy
limit medical reasons

Second-trimester anomaly scan (18-21 weeks)”

Allowed until 24 weeks gestation, both for social and

women's request. Blood draw from 11 + 1 weeks
€8.68
79%

First-trimester anomaly scan (11 + 0-13 + 6 weeks),
second-trimester anomaly scan (18-20 weeks)

Allowed until 14 weeks for social reasons, no restrictions
based on gestational age for severe medical reasons
(also trisomy 21) with ethical approval

2At the time of the study pregnant women in the Netherlands could choose between NIPT and First trimester combined screening (FTCS). In 2019, the

uptake of FTCS was 2%.

PSince September 2021 the first-trimester anomy scan is offered at 12w3-14w3.

2.2 | Study procedure

In both countries, pregnant women were asked to participate in a
questionnaire study prior to their decision on whether to opt for
NIPT. Pregnant women were provided with a patient information
sheet, a questionnaire and information on how to return the ques-
tionnaire. Pregnant women who declined NIPT were excluded from
analyses in addition to those who were not eligible for NIPT as a first-
tier screening test based on TRIDENT-2 exclusion criteria (e.g. high-
risk women based on medical history), women under the age of
18 years and those who were not able to communicate in the lan-
guage of the available questionnaires.

In the Netherlands, between September 2017 and October
2018, written questionnaires were handed out by prenatal coun-
selors in five hospitals and 28 midwifery practices across the
Netherlands to pregnant women who had received counseling for
prenatal screening. The questionnaire was only available in Dutch.
The results of this study have been published earlier'” and the data
are used for a comparison with Belgium.

In Belgium, the questionnaires were distributed between
September 2020 and May 2021. Women were recruited in three

large hospitals and one private practice in the Flemish part of
Belgium offering genome-wide NIPT only. Respondents were
recruited by the healthcare providers (obstetrician and midwives)
that conducted the NIPT counseling as part of the pregnancy intake
consultation. The questionnaire was available in both English and
Dutch.

2.3 | Measures

The questionnaire was developed as part of the TRIDENT-2 study in
the Netherlands by a multidisciplinary group of stakeholders.?? This
TRIDENT-2 questionnaire was adapted for Belgian women with
contextual adjustments for language (Dutch/English) and country-
related policies. The average time to complete the questionnaires
was around 15 min.

Data were collected on:

- Sociodemographic variables: maternal age (years), gestational age
(weeks), educational level (high, intermediate, low), background

(Dutch/Belgian, other-Western, non-Western), religious affiliation
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(religious, not religious), health literacy?® (adequate, not adequate),
parity (primiparous, multiparous), and method of conception (nat-
ural, assisted).

- Reasons for choosing prenatal screening were measured using a
predetermined list of reasons. An open space field was provided to
list any other reasons not mentioned on the list. Perceived societal
pressure to accept prenatal screening with NIPT was measured
using a 1-item question “I feel pressured by society to opt for
screening for trisomy 21” on a 5-point Likert-scale.

- Informed choice was assessed according to the adapted Multidi-
mensional Measure of Informed Choice.?? A choice is considered
informed if the decision is made based on sufficient knowledge, if it
is value-consistent and adequately deliberated.

o Knowledge on prenatal screening was questioned using five
true-false statements regarding prenatal screening in general
with three options: true, false or do not know. Good knowledge
was considered with >3/5 correctly answered questions.
Questions that were left unanswered or answered as “do not
know” were interpreted as incorrect.

o Value consistency was assessed by combining attitude toward
prenatal screening (positive or negative) with test-uptake
(intention). Attitude was measured by inviting the respondents
to score five bipolar adjective pairs (bad-good; unimportant-
important; frightening-not frightening; not reassuring-reassur-
ing; not desirable-desirable).2* Respondents were categorized
as having a negative, neutral or positive attitude based on the
sum of the scores. Women with a neutral attitude were
excluded from the analysis of informed choice.?’

o Deliberation was assessed using a 6-item Likert-scale; the mid-
point of the scale was used to discriminate a deliberated choice
(>18/30 points).2>2¢

- Attitude toward termination of pregnancy in case of trisomy 21, 18
and 13 was assessed by the likelihood; respondents were to
terminate their pregnancy in case of a confirmed trisomy 21 and in
case of a confirmed trisomy 13 and 18 on a 5-point Likert scale.

- Societal and personal perspectives on trisomy 21 were addressed
using five statements on a 5-point Likert-scale.

- Willingness to pay was evaluated with the question: “What is the
maximum amount you would be willing to pay to have NIPT?".
Respondents could indicate their maximum amount from a pre-
defined list ranging from zero to €550 with €50 increments. The
price of €175 was added as this is the current out-of-pocket
payment for NIPT in the Netherlands. A text box was provided
for respondents to write another amount not included in the

answer options.

2.4 | Data analysis

Chi-square tests for categorical and t-tests for continuous variables
were used for the comparison between the two countries for
different variables. A p-value <0.05 was considered statistically sig-
nificant. IBM SPSS Statistics 28.0 was used for statistical analyses.

DIAGNOSIS-WILEY—L 27

3 | RESULTS
3.1 | Respondents

The response rate was 48% (752/1561) in the Netherlands and 64%
(448/697) in Belgium. After excluding respondents who did not opt
for NIPT, a total of 587 pregnant women in the Netherlands and 444
women in Belgium were included in the study. Table 1 presents the
characteristics of respondents for both countries.?®> Compared to the
Dutch study group, the Belgian group had a lower mean maternal age
(32.0 vs. 30.6 years, respectively), a higher mean gestational age
(10.8 vs. 11.4 weeks), a higher proportion of highly educated re-
spondents (69% vs. 80%), a higher proportion of inadequate health
literacy (13% vs. 18%) and a higher proportion of religious affiliated
respondents (29% vs. 43%). Other characteristics were not signifi-

cantly different.

3.2 | Reasons for choosing prenatal screening

Table 2 shows pregnant women's reasons for accepting prenatal
screening for fetal aneuploidies. The main reasons to choose prenatal
screening were similar in both countries and included “I want to be
reassured that my child does not have Down, Edwards or Patau
syndrome” and “l want to have as much information as possible about
the health of my baby” being the most frequently selected reason.
More Dutch respondents compared to Belgian respondents chose the
option of prenatal screening to be able to prepare for the birth of a
child with trisomy 21, 18 or 13 (24% vs. 12%, respectively). More
Dutch respondents reported not to feel societal pressure to accept

screening compared to the Belgian respondents (88% vs. 77%).

3.3 | Informed choice

More Dutch than Belgian respondents made an informed choice for
screening with NIPT (83% vs. 59%, p < 0.001) (Figure 1). More Dutch
than Belgian respondents had sufficient knowledge (94% vs. 82%,
p < 0.001) (Table S1). Fewer Dutch than Belgian respondents held a
positive attitude toward prenatal screening in general (81% vs. 89%,
p < 0.001). Of the Dutch respondents, 87% had adequately deliber-
ated their choice compared to 70% of Belgian respondents
(p < 0.001). All Dutch respondents (100%) made a value-consistent
choice compared to 98% of Belgian respondents (p = 0.002).

3.4 | Attitude toward termination of pregnancy

More Belgian than Dutch respondents said that they would probably
opt for termination of pregnancy in case of trisomy 21 (62% vs. 51%,
p = 0.003). In case of trisomy 18 or trisomy 13, fewer Belgian than
Dutch respondents said that they would probably opt for termination
of pregnancy (73% vs. 80%, p = 0.020).
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TABLE 1 Respondents' characteristics in the Netherlands and
Belgium.

Netherlands Belgium

n = 587 n =444 p-Value
Maternal age, mean (SD), missing 32.0 (4.1) 30.6 (3.6) 0.024
3/4
Gestational age, mean (SD), 10.8 (1.7) 11.4 (3.2) <0.001
missing 4/0

Education level?, n (%), missing 1/4

Low 20 (3) 13 (3)

Intermediate 164 (28) 75 (17)

High 402 (69) 352 (80) <0.001
Background®, n (%), missing 2/1

Dutch/Belgian 497 (85) 366 (83)

Other Western 52 (9) 49 (11)

Non-Western 36 (6) 28 (6) 0.5
Religious affiliation®, n (%), missing 9/2

Religious 170 (29) 192 (43)

Not religious 408 (71) 250 (57) <0.001
Health literacy, n (%), missing 4/4

Adequate 509 (87) 359 (82)

Not adequate 74 (13) 81(18) 0.012
Parity, n (%), (missing 1/0)

Nulliparous 298 (51) 223 (50)

Multiparous 288 (50) 221 (50) 0.842

Method of conception®, n (%), missing 4/1

Natural 529 (91) 394 (89)

Assisted 54 (9) 49 (11) 0.342

Abbreviation: SD, standard deviation; missing (Netherlands/Belgium).
?Education levels categorized as low: elementary school, low-level
secondary school of low vocational training; intermediate: high-level
secondary school or intermediate vocational training; high: high
vocational training or university.

bBackground categorized as Dutch/Belgian: both parents were born in
the Netherlands/Belgium; other Western: one or both parents were
born in Europe (excluding Turkey), North America, Oceania, Indonesia
or Japan; Non-Western: one or both parents were born in Africa,
Latin-America, Asia (excluding Indonesia or Japan) or Turkey. Maternal
country of birth was leading if both parents were born abroad.
“Religious affiliation was measured by the question “which
denomination or ideology do you consider yourself as?” Answers were
dichotomized: having no religious affiliation if answered “none” or
having a religious affiliation if an affiliation was selected.

9Health literacy was measured according to Chew et al. with the set of
three brief screening questions.?® Health literacy classified as
inadequate if answered anything other than “never” of “occasionally” on
one or more questions.

*Methods of conception considered assisted: intrauterine insemination,
ovulation-induction, in vitro fertilization, intracytoplasmic sperm
injection or preimplantation genetic diagnosis.

3.5 | Societal and personal perspectives on trisomy
21

Table 3 presents the respondents' societal and personal perspec-
tives on trisomy 21. Only 16% of the Dutch respondents compared
to 42% of the Belgian respondents agreed that parents are judged
by society for having a child with trisomy 21 (p < 0.001). The ma-
jority of Dutch women (62%) agreed that the organization of care
and support for children with trisomy 21 is well organized in the
Netherlands, while only a minority of Belgian women (23%) thought
that this was the case in Belgium (p < 0.001). Belgian respondents
more often disagreed with the statement that trisomy 21 is not a
serious disorder compared to Dutch respondents (81% vs. 64%,
p < 0.001).

3.6 | Willingness to pay

Most Dutch respondents (43%) were willing to pay €175, which is the
current out-of-pocket cost for the parents of NIPT in the
Netherlands. Most Belgian respondents (40%) indicated a willingness
to pay between €50 and €150 for NIPT (Figure 2). The majority of
both Dutch and Belgian respondents did not experience the costs of
NIPT as a barrier to access screening (NL: 92%, BE: 96%).

4 | DISCUSSION

The two adjoining countries, Belgium and the Netherlands, were the
first to implement NIPT as a first-tier screening test. Worldwide, both
countries were pioneers to do so. However, in these countries,
different strategies were used for implementation with regard to
counseling modalities, cost, reporting on fetal sex and additional
findings. The main results of this study show lower rates of informed
choice in Belgian respondents and also differences between per-
spectives on trisomy 21, 18 and 13 in both countries.

Belgium and the Netherlands differ significantly in counseling
modalities. Despite this, knowledge scores differed, but were
generally high. This may indicate that, despite less extensive coun-
seling, current available information provision in Belgium and
required informed consent may be sufficient to a certain extent. The
mainly high level of education of the Belgian study respondents
could be an alternative explanation. A study in England that
assessed informed choice in high-risk pregnant women also indi-
cated a positive association between higher education of the preg-
nant women and a higher knowledge score for NIPT, whereas
education was not associated with attitude toward NIPT or delib-
eration scores.?” In our study, the finding that fewer Belgian re-
spondents would opt for a termination of pregnancy in case of
confirmed trisomy 18 and 13 as compared to their Dutch counter-

parts is unexpected. The more severe phenotype of trisomy 18 and
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TABLE 2 Reasons for choosing prenatal screening from n = 587 Dutch and n = 444 Belgian respondents.

| want to be reassured that my child does not have Down, Edwards or Patau syndrome
| want to have as much information as possible about the health of my baby

| do not want to have a child with Edwards or Patau syndrome

| do not want to have a child with Down syndrome

| want to be able to prepare myself for the birth of a child with Down, Edwards or Patau
syndrome

| am afraid that | will regret not getting tested later on

My partner, family or someone around me wants to have the test

My midwife or doctor thinks it is a good idea

| think | have a high risk of having a child with Down syndrome

Other?

Because of my (maternal) age®

I want to know the sex of the child®

Because of personal experience with (a child with) a cognitive or physical disability®

Note: Respondents could give multiple responses.

Netherlands, n = 1466

responses, n (% of cases)

369 (64)
330 (57)
254 (44)
183 (32)
139 (24)

80 (14)
65 (11)
3(0.5)
15 (3)
16 (3)
7 (1)
0 (0)
5(0.9)

DIAGNOSIS-WILEY—L 27

Belgium, n = 1165
responses, n (% of cases)

318 (72)
305 (69)
181 (41)
164 (37)

51 (12)

57 (13)

45 (10)

20 (5)
1(0.2)
9(2)
3(0.7)
6 (1)
5(1)

2Examples of other responses include: “I want to learn information about my own health” (NL), “Third child so this will impact the entire family” (NL),

“Because the possibility to test is there” (BE) and “It is safe” (BE).
bAdded reason based on other responses in free text.

® Netherlands  m Belgium
100%
94%

87%
82%

70%

98%

83%

59%

Sufficient knowledge Deliberated choice Value-con

sistent

Informed choice

FIGURE 1 Comparison of informed choice and its components (knowledge [NL: n = 582; BE: n = 444], deliberated choice [NL: n = 578; BE:
n = 433] and value-consistency [NL: n = 465; BE: n = 403] between Dutch and Belgian respondents). Respondents with a neutral attitude were

not included the calculation of informed choice. [Colour figure can be viewed at wileyonlinelibrary.com]

13 compared to trisomy 21 would presume an increased likelihood Despite general relatively high levels of knowledge in both
for the intention to terminate. This also may indicate a certain lack groups, more Dutch respondents made an informed choice as
of knowledge in the Belgian study population and a potential effect compared to Belgian respondents. This may partly be explained by
of (lack of) counseling. Unfortunately, national data on termination differences in knowledge, but may also be related to the significant
rates for trisomy 21, 18 and 13 is non-existent to further investi- difference in deliberation of choice this study found. Deliberation of
gate this finding. choice requires weighing pros and cons of all options and potential
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TABLE 3 Respondents agreements on societal and personal
perspectives on trisomy 21.

Netherlands Belgium
(N = 587), (N = 444),
n (%) n (%) p-Value
| think children with Down syndrome are less accepted in society
(missing 6/4)
(Very much) agree 325 (56) 274 (63)
Neither agree nor 125 (22) 90 (21)
disagree
(Very much) Disagree 131 (23) 76 (17) 0.124

| think care and support for children with Down syndrome are well
arranged in our country (missing 3/7)

(Very much) agree 362 (62) 98 (23)
Neither agree nor 178 (31) 202 (46)
disagree
(Very much) Disagree 44 (8) 137 (31) <0.001
| think parents are judged for having a child with Down syndrome
(missing 4/5)
(Very much) agree 95 (16) 186 (42)
Neither agree nor 134 (23) 125 (29)
disagree
(Very much) Disagree 354 (61) 128 (29) <0.001

| think Down syndrome is not a serious condition (missing 4/5)

(Very much) agree 51 (9) 15 (3)
Neither agree nor 157 (27) 69 (16)
disagree
(Very much) Disagree 375 (64) 355 (81) <0.001

| would experience it as a great burden to raise a child with Down
syndrome (missing 6/5)

(Very much) agree 412 (71) 328 (75)
Neither agree nor 127 (22) 74 (17)
disagree
(Very much) Disagree 42 (7) 37 (8) 0.216

Note: Percentages may not add up to 100% because of rounding.

implications and is an important aspect of informed choice. By
providing neutral and comprehensive information as well as non-
directive support in decision-making, Dutch counseling modalities
ideally focus on deliberation to help increase the levels of informed
choice.?8-3! Dedicated counseling time and educated counselors may
be another explanation for the higher levels of informed choice in the
Dutch group.?”3?

To maintain high levels of informed choice, in pregnant women
with lower levels of education, dedicated counseling is important.
However, differences in allocated time and financial resources for
prenatal counseling between different healthcare systems do not
always allow for an equal approach.* Additional written information
and/or e-learning tools may in certain circumstances further improve

informed decision-making.®® Larger studies are needed to explore

the ideal setting and mode of counseling to enable optimal informed
choice, also considering the unique financial and organizational con-
texts of countries.

This study also found that the majority of respondents in both
countries did not feel societal pressure to accept NIPT. This finding
was in line with earlier research in Canada and the Netherlands,
indicating that most women do not feel pressured to test.3** In our
study, a comparable number of pregnant women in both countries
considered raising a child with trisomy 21 as a burden, but more
Dutch than Belgian women (24% vs. 12%) mentioned the reason
“Wanting to be able to prepare myself for the birth of a child with
trisomy 21, 18 and 13” as an important reason to opt for NIPT. This
difference is remarkable and can be a result of the emphasis that is
given to “reproductive autonomy” in Dutch counseling as compared
to Belgium.* However, this may as well indicate a difference in
perspectives toward having a child with a disability between coun-
tries due to different societal, cultural and health care systems. For
example, more Belgian respondents felt that parents would be judged
by society for having a child with trisomy 21.

Dutch respondents less often intended to terminate the preg-
nancy in case of trisomy 21. Research showed only a minimal effect
of the introduction of NIPT in the Netherlands on the trend in the
live birth prevalence of trisomy 21.3¢ In Belgium, a small decline in
live births with trisomy 21 was observed since the introduction of
NIPT, but this could also be explained by a decline in false-negative
results compared to FTCS.*® Sociocultural values, attitudes toward
disability and termination of pregnancy as well as the legal aspects
toward termination of pregnancy may partly explain the use of NIPT,
which varies widely between countries.* To better understand some
of the reasons behind these differences in perspectives, more studies
are needed.

Women also differed in their perceptions on the care and sup-
port for children with special needs in their country. In Belgium, only
a minority of respondents thought that the care and support for
children with a trisomy are well organized, while in the Dutch group,
the majority agreed on this. This finding is difficult to explain as it is
unclear on what this perception of Belgian women is based. In
Flanders, the part of Belgium where this survey was conducted, four
well organized clinics for children and adults with trisomy 21 exist.
Also, the “Down syndrome Flanders” foundation, founded by parents
of children with trisomy 21, is very active and plays an important role
in improving care provision and societal inclusion. But this does not
necessarily mean that women are aware of this or considered it as
well-organized care. A potential reason may be the ongoing media
attention regarding the lack of financial governmental support for
children with disabilities in general.

Most Dutch respondents indicated that they would be willing to
pay the current €175 for the NIPT, while Belgian respondents indi-
cated that they would be willing to pay between €50 and €150. This
is a remarkable finding as currently in Belgium, NIPT is almost fully
reimbursed. This finding should, however, be interpreted carefully, as
the study population mainly consisted of highly educated women,

most likely without financial constraints. In countries that do not
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FIGURE 2 The maximum amount (in euro) Dutch and Belgian respondents are willing to pay for NIPT. [Colour figure can be viewed at

wileyonlinelibrary.com]

offer public funding, costs are considered a barrier, thereby raising
concerns about equitable access.* However, this finding could also
reflect the extent to which Belgian respondents want to be reassured
that the child does not have trisomy 21, 18, 13.

4.1 | Strengths and limitations

Animportant strength of this study is the large group of respondents in
two countries in which NIPT is offered as a first-tier screening test
within a publicly funded nationwide program. It therefore provides
valuable information on women's perspectives for other countries
who are offering or considering offering NIPT as a first-tier test. This
study offers some valuable suggestions for counseling not only for
trisomy 21, but also for trisomy 13 and 18. This study also has limi-
tations. Most respondents were highly educated. In Belgium, only
women having a genome-wide NIPT were included, while also targeted
NIPT is offered in some hospitals, which may limit its representability
of Belgium, even though we know from recent research that 81.5% of
Belgian pregnant women are offered genome-wide NIPT.'® In the
Netherlands, the questionnaire was only available in Dutch, potentially
excluding non-Dutch speaking participants. Another limitation is the
measure of informed choice that was used, as up till now, there is no
standard, uniform, validated way to measure this, especially what
knowledge is needed to make an informed choice, which makes it
difficult to compare results between different studies.®”

5 | CONCLUSION

Differences in pregnant women's perspectives and decision-making
regarding prenatal aneuploidy screening with NIPT between the
Netherlands and Belgium were found, which may be explained by
societal, cultural and counseling aspects, although a causal relation-

ship cannot be inferred with current data. As the aim of prenatal

screening is to provide autonomous reproductive choices for pro-
spective parents, the potential impact of context-related aspects
should be further studied and potentially considered in future
implementation strategies. More so, as the scope of NIPT is expand-
ing, professionals will be challenged further to offer adequate coun-

seling that will enable prospective parents' informed decision-making.
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