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Abstract 
It has been suggested that mentalizing abilities underlie the distinct profiles of autism characteristics observed between Cornelia de 
Lange (CdLS) and fragile X syndromes (FXS) and autistic people without a genetic syndrome. However, traditional explicit mentalizing 
tasks have high language demands that may mask true mentalizing abilities in these populations. We compared performance on 
traditional explicit tasks and an implicit anticipatory looking mentalizing task in children with CdLS (N = 9), boys with FXS (N = 9), 
autistic (N = 22) and neurotypical (N = 34) children. The groups showed divergent patterns of performance. Neurotypical children had 
higher explicit mentalizing scores than all other groups. However, neurotypical, FXS and CdLS groups showed better implicit mentalizing 
performance than autistic children. Both chronological age and receptive language ability correlated with explicit mentalizing scores in 
neurotypical children. In autistic children, there was an association between explicit mentalizing score and receptive language ability 
but not chronological age. Explicit mentalizing score was not associated with receptive language ability or chronological age in the CdLS
and FXS groups. Neither chronological age nor receptive language ability correlated with implicit mentalizing task performance in any
group. Findings suggest that explicit tasks may mask true mentalizing abilities in autistic children, children with CdLS and children
with FXS.

Lay s ummary
Children with Cornelia de Lange (CdLS) and fragile X syndromes (FXS) often have high levels of autism characteristics. However, 
these characteristics appear differently in those with CdLS, FXS and autistic people without a genetic syndrome. Mentalizing, the 
ability to understand our own and other’s thoughts, may explain these differences. However, traditional explicit mentalizing tasks’ 
language demands may mask true mentalizing abilities in children with CdLS and FXS, and autistic children. We compared how 
children with CdLS, boys with FXS, autistic children, and neurotypical children performed on traditional mentalizing tasks and a 
nonverbal mentalizing task. Neurotypical children scored highest on traditional mentalizing tasks, but all groups except autistic 
children performed well on the nonverbal task. In neurotypical children, age and language ability were linked to better traditional 
mentalizing task scores, whereas traditional mentalizing task scores were linked with autistic children’s l anguage ability but not their
age. Traditional mentalizing scores were not related to language ability or age in the CdLS and FXS groups. Neither age nor language
ability were linked to non-verbal mentalizing task performance in any group. Findings suggest traditional mentalizing tasks may
mask true mentalizing abilities in autistic children, children with CdLS and children with FXS.

Key words : Cornelia de Lange syndrome; fragile X syndrome; false belief; mentalizing; intellectual disability; autism.
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INTRODUCTION 
Autism spectrum disorder (ASD)1 is characterised by the presence 
of persistent differences in social communication and interac-
tion, alongside restricted and repetitive behaviours, interests or
activities [1]. Many genetic syndromes associated with intellec-
tual disability (ID) are more likely to show high levels of autism
characteristics [2]. Yet, these groups show highly heterogeneous 
profiles of autism characteristics, that may be distinct, in very 
subtle w ays, from those observed in autistic people without a
genetic syndrome [3]. Like autistic people, people with genetic 
syndromes also show atypical development of social cognitive
abilities [4], defined here as the cognitive abilities involv ed during
social interaction [5]. A key social cognitive ability thought to con-
tribute specifically to the development of autism c haracteristics
in autistic people without a genetic syndrome is mentalizing [6]. 

Mentalizing is the ability to understand and reason about o ne’s
own and others’ mental states [7]. However, the role of mentaliz-
ing in the development of autism characteristics within genetic 
syndromes, and the extent to which it may account for variable 
profiles in social-communication skills between these popula-
tions and autistic people without a genetic syndrome is not well 
understood. Here, we present a study investigating mentalizing 
between children with two such genetic syndromes, Cornelia de 
Lange (CdLS) and fragile X syndromes (FXS), alongside autistic and 
neurotypical children. Comparisons between these syndromes 
and autistic children without genetic syndromes enables inves-
tigation of which social cognitive mechanisms may be shared 
or distinct between these groups. Improved knowledge of the 
similarities and differences of social-cognitive factors that under-
pin variation in autism social and communication characteristics
between children in these syndrome groups and autistic children,
can guide targeted support and inform autism assessment and
diagnosis in autistic people with and without a genetic syndrome.
Such work will also provide insight into the mechanistic pathways
from genes, to neurobiology, to cognition, to behaviour across
these neurodevelopmental conditions (Ellis et al., in prep).

CdLS and FXS are two genetic syndromes chosen for their 
high levels of autism characteristics [2], particularly social and 
communication characteristics [8]. Critically, these syndromes 
evidence a high degree of specificity in relation to the presentation 
of these characteristics relative to people with other genetic syn-
dr omes associated with ID and autistic people without a genetic
syndrome [3]. Both people with CdLS and FXS have high lev-
els of autism reciprocal social interaction characteristics, while 
those with CdLS show greater levels of autism communication 
differences. Further r efinement of the behavioural phenotype in
CdLS, using item-level scores from the Social Communication
Questionnaire [9], indicates that while there is a great deal of 
overlap of scoring profiles between people with CdLS and autistic 
people without a genetic syndrome, those with CdLS are less likely 
to evidence autism-related differences in very specific aspects of 
social-communication, such as repetitive and stereotyped speech,
use of gestures and social smiling, relative to autistic people
without a genetic syndrome [10]. Likewise, whilst boys with FXS 
broadly show a similar (albeit lesser) profile of autism characteris-
tics relative to autistic children without a genetic syndrome, item-
level analysis of the Autism Diagnostic Observation Schedule [11] 

1 Whilst autism spectrum disorder (ASD) is the traditional scientific term, 
we will only use this term when specifically referring to the clinical diagnos-
tic category. Otherwise, we instead use the non-medicalised term autism to 
respect the language preferences expressed by the broader autistic community 
(Bottema-Beutel, Kapp, Lester, Sasson & Hand, 2021).

indicates specific advantages in gaze integration, quality of social 
overtures, social smiling, facial expressions and response to joint
attention [12]. Such behavioural variability observed between 
groups brings to question the degree to which the emergence 
of these profiles of social and communication characteristics 
results from the same mechanisms (e.g. mentalizing) that are 
thought to underpin similar behaviours in autistic people with-
out a genetic syndrome. Understanding the convergence and 
divergence of social cognitive profiles , and the mechanisms that
underpin them, between these groups and autistic people without
a genetic syndrome can provide insight into their autism charac-
teristics and inform whether autism support can benefit people
with CdLS and FXS [13]. In addition, this understanding may also 
highlight potential genetic, biological, and cognitive mechanisms 
that contribute to the heterogeneity of social and communication
characteristics within autistic people without a genetic syndrome
[14]. 

However, a key challenge for comparing mentalizing abilities 
across these groups is the lack of appropriate tasks for those with 
ID. Previous work has investigated mentalizing skills in those with
CdLS and FXS primarily via traditional explicit false belief tasks
such as the Sally-Anne [15] or Smarties task [16]. Collectively, such 
studies have indicated a significant delay when these individuals 
pass false belief tasks relative to neurotypical controls. However, 
evidence suggests that people with genetic syndromes may fail 
explicit mentalizing tasks, due to their high language demands
(e.g. requiring verbal comprehension, and a verbal response [17– 
19]). These findings suggest that traditional explicit mentalizing 
tasks may not have adequate sensitivity for populations associ-
ated with ID. In addition, these same non mentalizing skills ma y
be recruited by some autistic people without a genetic syndrome
to pass these tasks through non-mentalistic reasoning [20], indi-
cating these are not pure tasks of mentalizing and may be less 
suitable for the autistic population more broadly.

Recent work has aimed to address the lack of appropriate tasks 
via assessment of intentionality abilities; which are early social 
cognitive abilities considered to be pre -cursors to the explicit
mentalizing reasoning abilities assessed by traditional tasks (Ellis
et al., in prep, [4, 21]). For example, Ellis and colleagues [4] engaged 
neurotypical and autistic children, and children with CdLS, FXS 
and Rubinstein-Taybi syndrome (RTS) with a developmental bat-
tery assessing early social cognitive abilities [22]; neurotypical 
children, and children with FXS and RTS passed significantly 
more tasks assessing early social cognitive abilities compared to 
autistic children and children with CdLS of similar non-verbal 
mental ages. Whilst these tasks help to unpick key alternative 
social cognitive trajectories between diagnostic groups, they don’t
assess mentalizing abilities per se, argued by some researchers to
be the core social cognitive mechanism that distinguishes non-
autistic and autistic people [23]. 

Therefore, in the current study we utilise implicit tasks based 
on an anticipatory looking paradigm to assess spontaneous men-
talizing; we argue that these are more sensitive tasks that also
have the benefit of being non-verbal and therefore more widely
accessible [24]. Spontaneous implicit mentalizing refers to the 
automatic, unconscious, and rapid processing of others’ mental 
states , which is distinguishable from explicit reasoning about
others’ mental states [7]. Autistic adults who pass explicit men-
talizing tasks have been found not to spontaneously mentalize
during implicit tasks [25]; this finding has been replicated with 
autistic children [26, 27] and their younger siblings too [28]. Not 
only may these tasks be more suitable for populations associated 
with ID by virtue of having no verbal requirements, but these
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findings suggest that implicit measures also provide a more sen-
sitive assessment of mentalising in autistic people without an 
ID. Variability in implicit measures may therefore meaningfully 
contribute to the subtle differ ences in autism social and commu-
nication profiles observed between different genetic syndromes
and non-syndromic autism [10, 12]. These tasks also hold the 
unusual promise of a potential assessment of autism-related 
characteristics suitable for children and adults both with and
without an ID.

Here, we present the first study to assess performance on an 
implicit mentalizing task, and to compare explicit and implicit 
mentalizing task performance between autistic children, and chil-
dren with two genetic syndromes (CdLS and FXS) with heteroge-
neous autism characteristics. We aimed to (A1) compare perfor-
mance profiles on a battery of explicit verbal story-based false 
belief tasks and an implicit anticipatory-looking multi-trial false 
belief task in c hildren with CdLS, with FXS, and autistic and
neurotypical children, and (A2) investigate whether and how age
and language ability are associated with both explicit mentalizing
and implicit task performance across these groups.

Based on a vast body of previous research e.g. [17, 19, 29, 30], 
we expected neurotypical children to show more accurate perfor-
mance on explicit tasks compared to autistic children and as well 
as to those with CdLS and FXS. We also predicted that neurotyp-
ical childr en would perform better than autistic children on the
implicit anticipatory-looking task, replicating previous findings in
this group [26, 27]. We expected that performance on the implicit 
task among children with CdLS and FXS will provide insight 
into why these groups struggle with explicit mentalizing tasks. If 
difficulties with explicit task is due to mentalizing difficulties, we 
would expect children with CdLS and FXS to show less accurate 
implicit mentalizing task performance compared to neurotypical 
children. However, if difficulties with explicit performance is due 
to other task demands (e.g. language skills) then w e would expect
children with CdLS and FXS to show similar levels of implicit task
performance to neurotypical children. Finally, we predicted that
receptive language ability would be associated with explicit but
not implicit task performance in autistic children, and children
with CdLS and FXS.

MATERIALS AND METHODS
Recruitment 
Children were recruited as part of a broader study on the 
behavioural and cognitive profile of autism characteristics in 
genetic syndromes; further details of the recruitment are outlined
in Ellis and colleagues [31]. Neurotypical children were recruited 
through advertisements passed on by local schools, whereas 
autistic children and children with CdLS and FXS were recruited 
via relevant family support groups, and participant research 
databases. Neurotypical children were included if they were 
between the ages four to eight, with an approximate reading 
age of seven years or below, and were excluded if they had a 
first-degree relative with a diagnosis of ASD. Autistic children 
were included if they were aged between four to ten years, had 
received a clinical diagnosis of ASD and had a history of language 
delay. Autistic children were excluded if they had a genetic 
syndrome diagnosis other than CdLS or FXS, with those with 
CdLS or FXS being included in their r espective groups. Children
with CdLS and FXS were included if they were aged between four
to seventeen years and had received a clinical diagnosis of their
respective genetic syndrome. All children were included if they
were mobile and could speak at least five words spontaneously

and communicatively daily. Only boys with FXS were included
due to sex differences in the behavioural phenotype within this
group [32–34]. Parents and legal guardians gave written and verbal 
informed consent for their child. In addition, children who had 
capacity also gave written and/or verbal consent. The study 
was granted ethical approval by the University College London 
Research Ethics Committee (Project ID number: 12763/001) and
at the Research Integrity and Governance Office at the University
of Surrey (EGA ref: FHMS 19–20 013).

Participants 
The final sample was made up of 34 neurotypical children, 22 
autistic children, 9 children with CdLS and 9 children with FXS, 
who had completed both the implicit and explicit mentalizing
tasks. Our initial recruitment target was 20 participants in each
group (see [31]); however, data collection was disrupted due to 
the national lockdown response to the COVID-19 pandemic. It 
should however be noted that previous work has indicated that 
even small sample sizes are sufficient to generate large between
group effect sizes in genetic syndromes. e.g. [35, 36]. 

Table 1 reports participants’ demographic information. Groups 
significantly differed in chronological age, as neurotypical 
children were signif icantly younger than children with FXS
(r = −.41, p = 0.009) and children with CdLS (r = −.31, p = 0.045). 
However, our recruitment strategy aimed to ensure that groups 
were comparable on receptive language skills as verbal ability 
is often associated with social cognitive abilities in neurotypical
and autistic children, and children with CdLS and FXS [4, 22]. 
Groups did not differ on British Picture Vocabulary Scale Thir d
Edition (BPVS3) raw scores [37], with a small effect size (F(, 
70) = 2.06, p = 0.113, ω2 = 0.04); however, independent samples t-
tests did indicate that neurotypical children had significantly 
higher scores compared to children with FXS (t(41) = 2.18, p = 0.035, 
r = 0.10) and CdLS (t(41) = 2.408, p = 0.021, r = 0.11). The effect of 
these differences in BPVS raw scores were considered where
appropriate throughout the analysis (see data analysis section
below).

As expected from our recruitment strategy, there were sig-
nificantly more males in the FXS group than the neurotypical 
(X2 = 9.90, p < 0.001) and CdLS groups (X2 = 9.00, p = 0.009). Whilst 
the sex distribution between autistic and neurotypical children 
was significantly different (X2 = 4.77, p = 0.029), the proportion of
male to female autistic participants corresponds with recently
reported sex ratios of autism diagnoses [38–40]. There were no 
significant differences in sex distribution between children with 
CdLS and neurotypical children, nor children with CdLS and 
autistic children. No significant differe nces were found between
diagnostic groups in Social Responsiveness Scale t-scores [41], 
indicating that children with CdLS, FXS and autistic children 
showed similar le vels of autistic characteristics.

Measures 
Questionnaires 
Parents completed questionnaires about their child. These 
included a demographics questionnaire, as well as the sc hool-age
version of the Social Responsiveness Scale Second Edition (SRS-2;
[41]). The SRS-2, suitable for children aged four to 18 years old, 
was completed by caregivers to assess the presence and frequency 
of autism-related social and communication characteristics. The 
SRS-2 was completed only for the autistic children, and children
with CdLS and FXS.
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Table 1: Participant demographics 

NT (N = 34) AUT (N = 22) FXS (N = 9) CdLS (N = 9) p Group differences 

Mean Chronological age in years (SD)∗ 6.38 (1.17) 7.35 (2.44) 8.85 (2.64) 10.20 (4.96) .027 NT < FXS, CdLS 
Mean BPVS raw score (SD) 96.62 (18.77) 84.27 (35.00) 79.33 (29.06) 76.89 (31.51) .112 
N  female  (%) 20 (62.50%) 6 (27.27%) 0  (0%) 6 (66.67%) .002 NT > AUT, FXS 

CdLS > FXS 
Mean SRS Total T scores NA 91.21 (27.45)∗ 79.75 (7.59)∗∗ 78.14 (14.28)∗∗∗ .302 

∗Missing data from three participants ∗∗Missing data from one participant, ∗∗∗ Missing data from two participants NT = neurotypical, AUT = autistic

British picture vocabulary scale third edition (BPVS-3; 
Dunn, Dunn & Styles, 2009) [37] 
The BPVS-3, suitable for children aged between three years to six-
teen years 11 months, was used to assess participants’ single word 
receptive vocabulary and as a proxy of their general language 
ability. Participants are presented with four pictures and asked to 
identify the picture that matches a word said by the examiner . The
BPVS-3 is suitable for populations associated with ID as it is quick
to administer and does not require a verbal response [31]. Raw 
scores were used, as many participants with an ID (three autistic 
children, five children with FXS and six with CdLS) did not achieve 
a raw score high enough relative to their chronological age to be
converted to a standard score.

Explicit mentalizing tasks
Children completed a range of explicit mentalizing tasks taken 
from the Theory of Mind Scale [42] and the Sall y-Anne task
[15]. For the purposes of the current study, a total score was 
derived from the three tasks assessing false belief understanding;
contents false belief also commonly known as the ‘smarties’
task [43], more explicit false belief or ‘Scott’s gloves’ [44], and 
less explicit false belief tasks or ‘Sally-Anne’ [15]  as  these  were  
considered most closely matched to the false belief scenario in 
the implicit mentalizing task. For each task, children were asked 
a test question that required them to use their understanding 
of the mental state of the agent in the story to correctly predict 
the agent’s behaviour (e.g. “where will Scott look for his gloves?”). 
Children were then asked to justify their choice (e.g. “why will 
he look there?”) and answer a control question (e.g. ‘Where are 
his gloves really?) to check children’s overall comprehension of 
the story. Children could score a total of two points for each 
task, which were summed to derive a possible maximum total 
score of six. To receive at least a score of one on a task, children
were required to correctly answer both the control and the test
questions. If they received this first point, they could then score
an additional 1.0 or 0.5 point if they gave a correct justification
either with (e.g. because that’s where he thinks they are) or
without referencing the characters mental state (e.g. because
that’s where he left them) respectively. Higher scores indicated
stronger explicit mentalizing abilities.

Implicit mentalizing task
The implicit mentalizing task is a spontaneous anticipatory look-
ing paradigm using eye-tracking tec hnology, adapted from Senju
and colleagues [25] into a multi-trial paradigm following Wu et al.
[45]. The paradigm was approximately five minutes long and con-
sisted of four familiarisation trials (two long and two short), three 
false belief and three true belief trials. Children were given no
explicit instructions other than to watch the video. Familiarisation
trials (see Fig. 1) were included to help children understand the 
contingency that the agent in the video would reach for an object 
that was either to their left or right after a cue (two windows 

becoming illuminated accompanied by the sound of a chime for 
800 ms). Short familiarization trials (six seconds long) began with 
an object on top of one of the two opaque boxes (left/right), 
followed by the cue. The agent then reached through the window
to retrieve the object. Long familiarization trials (19 seconds long)
began with the agent observing a puppet place an object into one
of the boxes (left/right boxes and left/right-handed puppeteer),
which was followed by the cue, and then the agent reaching
through the window to retrieve the object.

Following the familiarisation trials, children then watched the 
experimental block which consisted of three true belief and thr ee
false belief trials (randomly selected from a larger set, [45]). Each 
trial was 36 seconds long (see Fig. 2). The location of the object 
and the agent’s belief about the object were congruent in the true 
belief trials, but incongruent in the false belief trials. In the true 
belief trials, the agent observed the puppet place the object into 
one of the two boxes and then leave the scene. This was followed 
by the sound of a buzzer, after which the agent stretched. The 
agent then observed the puppet removing the object from the 
original box and moving it to the other box and the puppet leaving 
the scene, which was followed by the sound of a whistle. The agent 
then repositioned their hat, which was followed by the cue and 
the screen paused for four seconds. In the false belief trials, the 
agent observed the puppet place the object into one of the bo xes
and leave the scene. This was followed by the sound of a doorbell,
after which the agent turned away. The puppet took the object
from the box and removed it from the scene. Then there was the
sound of a door closing and the agent turned back to face the
scene, followed by the cue and pause. The true belief and false
belief trials were presented in the same random order for each
participant.

Apparatus. Stimuli were presented on a 15.6-inch Dell Precision 
5520 laptop through Tobii Studio software version 3.4.8 installed, 
connected to a remote Tobii Pro X3–120 (120 Hz sampling rate) eye 
tracker. Prior to presentation of the stimuli, children completed a
five-point calibration. Videos were filmed and edited using Adobe
Premiere pro.

Procedure 
Children were assessed over one or two sessions either at the 
University or at their home. Children typically completed the 
BPVS-3 first, followed by two eye trac king paradigms (the current
paradigm and the paradigm outlined in Ellis et al., [31]) and then 
an imitation task. Some autistic children, children with CdLS and 
FXS syndrome also took part in the Autism Diagnostic Observa-
tion Schedule Second Edition (ADOS-2 [11]). These data are not 
reported as it was not possible to collect ADOS-2 data for all par-
ticipants due to the national COVID 19 lockdown occurring during 
the project. Parents completed questionnaires either during the
research visit or in their own time (returned to the research team
via post).
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Ellis et al. | 5

Figure 1: Procedure for short (above) and long (below) familiarisation trials

Figure 2: Procedure for true belief (top image) and false belief trials (bottom image)

Data analysis 
Areas of interest (AOI) were defined for the area ar ound the left
and right box (see Fig. 3). The total time spent fixating within 
these AOIs from the onset of cue to the end of the trial (a total 
of 5000 ms per trial) was extracted for the true belief and false 
belief trials. Total time spent fixating within these AOIs fro m the
onset of the cue and the onset of the agent reaching for the
object (a total of 1000 ms) was extracted for the familiarisation
trials. Differential looking scores (DLS; [25]) were used to provide a 
measure for whether participants’ looking was biased towards the 
target (where the agent thinks the object is) or non-target AOI (the

other box) and were calculated for each trial using the following
equation:

(fixation duration of target AOI − fixation duration of non − target AOI) 
(fixation duration of belief congruent AO I + fixation duration of belief incongruent AOI)

.

DLS ranged fr om −1 (indicating a looking bias towards the non-
target AOI) to +1 (looking bias towards the target AOI). A score 
of 0 indicated that participants looked at both AOIs equally and 
was considered chance performance. Trials in which participants
fixated within neither AOIs during the critical time window were
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6 | Children with CdLS & Fragile X Represent False Beliefs

Figure 3: Visual display of AOIs 

excluded from further analyses. From the remaining trials, mean 
familiarisation, true belief, and false belief DLSs were calculated
for each participant.

Data were analysed using IBM SPSS statistics v29. One sample 
t-tests or their non-parametric equivalent within groups were run 
to compare average DLS to chance performance. As some data 
were non-normally distributed, one-way Quade’s non-parametric 
ANCOVAs controlling for BPVS raw scores were run to compare 
explicit mentalizing scores or implicit mentalizing DLSs between 
groups. Significant main effects were followed up with pairwise 
comparisons. Kendall-tau correlations were run to investigate
the associations between participant’s chronological age or BPVS
raw score, with their explicit mentalizing total scores or implicit
mentalizing DLS, within each group.

Results 
Familiarisation trials 
To confirm that children in each group understood the con-
tingency that the cue signalled that the agent would reach 
through one of the windows to retrieve the object, we evaluated 
whether children showed anticipatory looking in familiarisation 
trials within each group. Indeed, DLS scores were significantly 
above chance in the neurotypical (M = 0.35, SD = 0.43, t(33) = 4.690,
p < 0.001), autistic (M = 0.37, SD = 0.43, t(19) = 4.878, p < 0.001,
CdLS = M = 0.48, SD = 0.53, t(8) = 2.678, p = 0.028) and FXS groups
(M = 0.38, SD = 0.40, t(8) = 2.848, p = 0.022).

To validate that the paradigm elicited implicit mentalizing, 
we evaluated whether neurotypical children showed anticipatory 
looking towards the target AOI in both false belief and true belief 
trials. Analysis confirmed that neurotypical children’s DLS was 
significantly above chance in the false belief trials (M = 0.22, 
SD = 0.55, t(33) = 2.366, p = 0.024) but not the true belief trials
(M = 0.10, SD = 0.39; t(33) = 1.510, p = 0.141). Therefore, the following
analyses were performed only on the false belief trials.

Aim 1) performance profiles on explicit and 
implicit mentalizing tasks in neurotypical and
autistic children, and children with FXS and CdLS
Figure 4 shows the median explicit mentalizing scores and 
implicit mentalizing DLS for each group. A significant main 

effect of group was identified for total explicit mentalizing score 
(F(3, 70) = 23.73, p < 0.001). Pairwise comparisons revealed that 
neurotypical children scored significantly higher than autistic 
children (t(70) = 6.19, p < 0.001), children with FXS (t(70) = 5.93, 
p < 0.001) and children with CdLS (t(5.91), p < 0.001). No group
differences were found between autistic children and children
with FXS (t(1.37), p = 0.186) or CdLS (t(1.32), p = 0.192), nor between
children with FXS and CdLS (t(−.02, p = 0.988). However, visual 
inspection of the graphs indicates that there was very little 
variance in performance within the two syndrome groups, who
almost unanimously found the tasks exceptionally difficult.

A significant main effect of group was also identified for 
implicit mentalizing DLSs (F(3,71) = 3.57, p = 0.018). These were 
significantly lower in autistic children relati ve to neurotypical
children (t(2.95), p = 0.004), children with FXS (t(−2.21), p = 0.030) 
and children with CdLS (t(−2.15, p = 0.035), indicating difficulties 
on this task only by autistic children. No differences were found 
between neurotypical children and children with FXS (t(−.20, 
p = 0.840) or CdLS (t(−.13), p = 0.897), nor between children with 
FXS and children with CdLS (t(.06), p = 0.956). DLS scores were 
significantly above chance in the neurotypical group (z = 2.25,
p = 0.024), but not the autistic (z = −1.76, p = 0.079), FXS (z = 1.26, 
p = 0.209) nor CdLS groups (z = 1.19, p = 0.236). Nevertheless, 
whereas 14 out of 22 (64%) autistic children had a DLS at or below 
chance, only two out of 9 (22%) children with CdLS and 12 out of 
34 (35%) neurotypical children did so. In children with FXS, four
out of nine performed at or below chance (44%). Visual inspection
of Fig. 4 indicates that, while implicit mentalizing performance 
was broadly strong in the FXS group, there was great within-group 
variation (IQR = 1.54) compared to the other groups (IQR < 0.87).

Aim 2) associations between chronological age 
and receptive language a bility, and explicit and
implicit mentalizing performance
Figure 5 shows participants’ chronological age and BPVS raw score 
plotted against their explicit mentalizing scores and implicit men-
talizing DLS . Table 2 reports the related correlation coeff icients.

Correlations revealed that both chronological age (τb = 0.37, 
p = 0.005) and BPVS raw scor e (τb = 0.49, p < 0.001) were moderately 
associated with explicit mentalizing scores in neurotypical chil-
dren. In autistic children, there was a moderate association with
BPVS raw score (τb = 0.36, p = 0.038) but not with chronological age. 
No associations were found between chronological age or BPVS 
raw score and explicit m entalizing scores in the CdLS and FXS
groups. Visual analysis of Fig. 5 demonstrates that this lack of 
association is due to children with CdLS and FXS scoring at floor 
level on the explicit mentalizing tasks. Neither chronological ag e
nor receptive language ability correlated with implicit mentaliz-
ing DLS in any group.

Discussion 
We present the first study to assess performance on an implicit 
mentalizing task, and to compare implicit with explicit mental-
izing task performance between autistic children, and children 
with two genetic syndromes (CdLS and FXS) with heterogeneous 
autism characteristics. Our findings corr espond to the previous
literature that shows less accurate performance in traditional
explicit mentalizing tasks in these groups than neurotypical chil-
dren [17–19] and more accurate performance on implicit men-
talizing tasks in neurotypical compared to autistic children [27]. 
However, whilst autistic children struggled with both implicit and 
explicit tasks relative to neurotypical children, the children with
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Figure 4: Boxplots of neurotypical children, autistic children, and children with CdLS and FXS explicit false belief scor es and implicit DLS

Figure 5: Participants chronological age (in years) and BPVS raw score plotted a gainst their explicit false belief scor es and implicit mentalizing DLS

FXS and CdLS only struggled with explicit tasks, showing perfor-
mance comparable to the neurotypical children on the implicit 
task. This may indicate that spontaneous mentalizing may be a
relative strength in these syndrome groups.

The mentalizing ability of children with FXS and CdLS may 
be masked in traditional explicit tasks as they involve explicit 
reasoning about others’ mental states and recruit language 
mechanisms, whereas implicit mentalizing tasks tap into an
automatic, unconscious, and rapid processing of others mental

states that does not require verbal reasoning [7]. In contrast, 
traditional mentalizing tasks may mask mentalizing challenges, 
rather than competencies, in some autistic children. The positive 
association between the explicit mentalizing performance and 
BPVS raw score s in the neurotypical and autistic children is
certainly consistent with previous literature in these groups [30, 
46, 47] and supports the interpretation that such explicit tasks 
recruit language skills as well as conscious mentalistic reasoning.
Autistic people typically require a higher verbal mental age than
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Table 2: Correlation coefficients (with p-values in brackets) for chronological age and BPVS raw scores, and explicit mentalizing scores 
and implicit mentalizing DLS, for each group

Group Chronological age BPVS raw s core 

Neurotypical 
Explicit mentalizing score .37 (.005) .49 (< .001) 
Implicit mentalizing DLS .14 (.434) .01 (.962) 
Autistic 
Explicit mentalizing score −.01 (.949) .36 (.038) 
Implicit mentalizing DLS .15 (.338) −.07 (.672) 
FXS 
Explicit mentalizing score .13 (.664) .38 (.192) 
Implicit mentalizing DLS −.24 (.381) −.18 (.511) 
CdLS 
Explicit mentalizing score .47 (.111) .30 (.311) 
Implicit mentalizing DLS −.51 (.160) −.57 (.111) 

neurotypical children to pass explicit mentalizing tasks, and it 
has been proposed that these indi viduals use linguistic reasoning
to ‘hack’ solutions to these tasks [48]. This corresponds with the 
current study’s findings; whilst autistic children with higher BPVS 
raw scores show better explicit mentalizing performance, their 
performance is nevertheless delayed relative to their neurotypical 
peers. The lack of association between our non-verbal implicit 
mentalizing task and receptive vocabulary however indicates that 
mentalizing per se is not dependent on such language skills, thus 
resulting in a more accurate assessment of mentalizing abilities in
these populations. This is supported by work showing difficulties
on implicit mentalizing tasks, even in autistic adults who perform
comparably to neurotypical participants on explicit mentalizing
tasks [25, 45]. 

In the syndrome groups the lack of association between explicit 
mentalizing performance and BPVS raw scores appeared to be due 
to most children scoring at floor level on the explicit mentalizing 
tasks, despite many of these children having the single word 
receptive language ability to pass these tasks. Eleven of these 18 
participants (61%) had a BPVS raw score that corresponds to an 
age equivalent between five years and 10 years 4 months. Of these, 
eight children (73%) received an explicit mentalizing score of zero
(see supplementary material A). As most neurotypical children
are expected to pass these tasks around the age of four years [49], 
this suggests that other non-linguistic factors may also contribute 
to difficulties in explicit mentalizing tasks in children with CdLS 
and FXS. Importantly, the good performance of these groups on
the implicit mentalizing task indicates that mentalizing was also
not a limiting factor in explicit mentalizing task performance.

Social anxiety in those with CdLS is characterised by either 
selective mutism (estimated prevalence of 40%; [50]) or reduced 
levels of verbalisation in social situations [51], which may be 
a key non-linguistic driver for difficulties on the explicit men-
talizing task. Unlike the implicit mentalizing task, participants 
are expected to interact with and verbally answer an unfamiliar 
examiner in the explicit tasks. This task reliance on verbal inter-
action might therefore account for the difficulties evidenced in 
the CdLS group. However, while verbal interaction is expected in
these tasks, two out of three tasks (the ‘Scott’s gloves’ and ‘Sally-
Anne’ tasks) could be answered by pointing. While evidencing
reduced frequency of verbalisations, people with CdLS show high
rates of gesture use [52], arguably a compensatory strategy for 
difficulties speaking in social situations [53]. As such, difficulties 
on these explicit mentalizing tasks in children with CdLS may 

not be e ntirely due to difficulties surrounding speaking in social
settings.

Previous literature has also highlighted the contribution of 
executive function skills, such as working memory and inhibitory 
contr ol to explicit mentalizing task performance in neurotypi-
cal children [54]. In contrast, our implicit mentalizing task was 
designed to limit working memory (trials were very short) and 
inhibitory control demands (the object was removed from the 
scene, so the child did not need to suppress their own knowledge 
of its location). There is therefore good reason to think that these 
factors may have contributed only to explicit mentalizing task
performance in our children with CdLS and FXS, supported by
existing findings that both groups show difficulties in these abil-
ities relative to mental age matched controls [55–57]. Executive 
function skills more broadly, may also contribute to the variability 
observed in explicit mentalizing task performance in a utistic
children and may also mask mentalizing difficulties in some
autistic people [20]. In autistic children aged 4–7, performance on 
executive function tasks predicted explicit mentalizing outcomes 
three years later, independent of a ge, verbal and non-verbal abil-
ity, and early explicit mentalizing performance [58]. Whilst future 
research is needed to determine whether these groups show a 
dissociation in the way executive function skills relate to implicit 
and explicit mentalizing, this interpretation supports the notion 
that the true mentalizing abilities of children with CdLS and FXS,
and some autistic children, can be masked by other non-social
cognitive abilities.

An alternative explanation for the dissociation between per-
formance on implicit and explicit mentalizing tasks by children 
with FXS or CdLS, is a dual system approach in which mentalizing 
can be achieved through either an implicit or an explicit neu-
rocognitive process, supported by both shared and distinct neu-
ral mechanisms [7, 59, 60]. Default-interventionist dual-process 
theories suggest that both implicit and explicit mentalizing share 
the same core neural mechanism, identified through fMRI studies 
to include the right temporo-parietal junction (rTPJ) and the
medial prefrontal cortex [60, 61]. However, reiterative reprocessing 
is proposed to move mentalizing processes from being implicit 
to explicit by building on the initial impressions generated from 
implicit mentalizing. This is said to be done via an iterative pro-
cess that integrates lower-level pre-existing learned social knowl-
edge with additional input from a wider range of brain structures
to allow more higher order and explicit inferences to be made
across a range of contexts [60]. Within the default-interventionist
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dual-process theory of mentalizing, one may interpret results 
from the current study as evidence that implicit, automatic and 
quick mentalizing neurocognitive processes develop in those with 
CdLS and F XS but the reiterative neurocognitive processes that
enable explicit mentalizing do not subsequently develop.

Drawing together these different explanations, it may be the 
case that these interpretations are not mutually exclusive. Dual 
process theories lack a clear delineation o f the neural basis of
the slower, more considered explicit process [62] other than that 
it recruits additional brain areas or cognitive processes [60]. It 
is possible that working memory and inhibitory control may 
be included in these key additional processes. Distinguishing 
between a masking interpretation (i.e. that non-social cognitive 
processes mask mentalizing abilities) and the dual process theory 
interpretation may ther efore not be critical for understanding the
role mentalizing plays in the specific profiles of autism character-
istics in those with CdLS and FXS.

In contrast, autistic children in our study struggled on both 
implicit and explicit mentalizing tasks, suggesting that the core 
implicit and automatic neurocognitive processes needed for both 
implicit and explicit mentalizing develop differently in this group. 
However, this pattern differs from autistic adults, who show
strong performance on explicit tasks but struggle with implicit
mentalizing task performance relative to neurotypical controls
[25, 45]. One interpretation of these contrasting findings may 
be that, unlike autistic adults, many of the autistic children in 
our study had not yet developed the compensatory strategies 
that enable them to pass explicit mentalizing tasks despite 
differences in the core neurocognitive processes required for 
both implicit and explicit mentalizing. Supporting this, autistic 
adults showed reduced rTPJ activation during both an implicit 
(participants watched a false belief vignette and afterwards
were asked to identify a character’s hat colour) and an explicit
(participants were instead asked to identify the character’s belief)
false-belief task, despite showing similarly accurate responses to
neurotypical adults in both conditions [61]. 

However, as explicit mentalizing tasks can be passed by using 
non-social cognitive abilities, this brings to question the validity 
of explicit tasks in assessing mentalizing in all autistic people, 
particularl y given evidence of a dissociation between explicit
mentalizing task performance and autism characteristics in some
autistic teenagers [63]. Whilst findings from our study and others
[25, 27, 45] suggest that implicit tasks may be a more sensitive 
measure of mentalizing for autistic people, little is known about 
whether performance on these tasks are associated with autism 
characteristics in autistic individuals, as well as those with genetic 
syndromes associated with heterogenous autism characteristics, 
such as those with CdLS and FXS . As such, future work com-
paring how implicit and explicit mentalizing task performance
contribute to the distinct profile of autism social-communication
characteristics between these populations is needed.

We did not directly assess this relationship between implicit 
mentalizing task performance and autism characteristics in any 
of the groups, However, visual analysis of Fig. 4 demonstrates 
interesting differences between CdLS and FXS regarding the level 
of variability in implicit mentalizing task performance, providing 
preliminary insight into whether and how implicit mentalizing 
task performance may be associated with these groups’ profiles of 
autistic characteristics. Children with FXS showed wide variability 
in implicit mentalizing performance, a profile that corresponds
with high within-syndrome variability in both the frequency and
profile of autistic characteristics observed [64, 65]. For example, 
on the Autism Diagnostic Interview Revised [66], boys with FXS 

without co-occurring autism not only show a milder overall pre-
sentation of autism characteristics compared to boys with co-
occurring autism but also specific social strengths and skills,
such as more social smiling [67]. Implicit mentalizing tasks have 
been proposed as a promising assessment to mor e sensitively
discriminate between autistic and non-autistic people [45]  and  
therefore may also be a potentially sensitive diagnostic tool to 
distinguish between autistic and non-autistic people with FXS. 
However, further work is needed with a larger sample of children
with FXS to determine whether performance on implicit mental-
izing tasks are able to distinguish between those with and without
co-occurring autism.

In contrast, despite showing high levels of autism character-
istics [2], children with CdLS showed consistently good implicit 
mentalizing task performance in the current study. This con-
sistent implicit mentalizing performance corresponds with this 
group’s behavioural profile, char acterised by low within-group
variability in autism characteristics when controlling for self-help
skills [68]. Considering the high rates of social anxiety r eported in
those CdLS [69] these findings may suggest that other neurocog-
nitive mechanisms associated with social anxiety (e.g. hypervig-
ilance or intolerance of uncertainty; [70, 71]) may contribute to 
the high levels of autism-related communication characteristics 
in this group, rather than differences in mentalizing. Future work 
is needed to compare the relationships between implicit men-
talizing, and social anxiety-related neurocognitive profiles. This
may help guide whether people with CdLS would benefit from
intervention for social anxiety instead of or in addition to autism-
related support.

Conclusion 
In this study, we investigated mentalizing performance profiles 
on an implicit anticipatory-looking false belief task and a battery 
of traditional explicit false belief tasks in children with CdLS and 
FXS, and groups of autistic and neurotypical children. Findings 
indicate that these groups showed evidence of divergent perfor-
mance patterns on explicit and implicit mentalizing tasks; explicit 
mentalizing was weak while implicit mentalizing was strong in 
children with CdLS and FXS. In contrast, both types of mentalizing 
were difficult for autistic children. These findings indicate there 
may be a dissociation between implicit and explicit mentalizing 
performance in children with CdLS and FXS. The association 
between BPVS raw score and explicit mentalizing task perfor-
mance in the neurotypical and autistic children suggests that lan-
guage mechanisms may be recruited for explicit mentalizing task 
performance. This supports the theory that some autistic people 
may pass explicit mentalizing tasks through verbal reasoning, 
rather than mentalizing per se. In contrast, as most children with 
CdLS and FXS performed at floor level on the explicit mentalizing 
tasks; despite having the receptive language ability expected to 
pass, other non-linguistic factors may contribute to difficulties
in these groups. Regardless, findings suggest that difficulties in
explicit task performance may either mask good spontaneous
mentalizing in children with CdLS and FXS, or that these groups
develop the automatic and quick implicit mentalizing skills but
not the reiterative neurocognitive processes that enable explicit
mentalizing. In autistic children, the combination of difficul-
ties with both implicit and explicit tasks suggests that the core
implicit and automatic neurocognitive processes needed for both
implicit and explicit mentalizing develop differently in this group.
The wide variability in implicit mentalizing task performance in
children with FXS corresponds with the behavioural variability
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of autism characteristics observed within this group. Therefore, 
implicit mentalizing tasks may prove to be a potential sensitive 
diagnostic tool to distinguish between autistic and non-autistic 
people with FXS. In contrast, the good performance on implicit 
mentalizing in children with CdLS indicates that other neurocog-
nitive processes associated with social anxiety may instead con-
tribute to the emergence of high levels of autism characteristics
observed in this group. Further work should investigate whether
and how implicit and explicit mentalizing task performance is
associated with variable profiles of autism social-communication
skills in autistic children, and children with CdLS and FXS.

Limitations and future directions
There are several limitations that need to be considered when 
interpreting these findings. Although we included true belief tri-
als as a control condition in the implicit task, in which the 
location of the object and the agent’s belief about the object 
are congruent, these trials were not included in the analysis 
as data from the neurotypical participants indicated that this 
condition did not elicit anticipatory looking. Anecdotally, adults 
who have taken part in this same paradigm have commented to 
us that during the true belief trials, they interpreted the a gent’s
stretch instead as a yawn, wondering if the agent was asleep. The
neurotypical children in the current study may have made sim-
ilar interpretations, indicating that participants may construct
a narrative based on social scripts that implicitly uses current
contextual and normative knowledge to understand the agent’s
actions [72]. Whereas neurotypical children will likely have a 
social script of the event of a doorbell ringing (as used in the 
false belief trials), the ‘stretch’ may have created ambiguity of 
what the n arrative of the true belief task was and whether the
agent was aware of the object’s location. Other researchers [28] 
have instead used the familiarisation trials to determine whether 
children attribute true beliefs. By this logic, as all four groups 
in the current study showed anticipatory looking in the famil-
iarisation trials, we could conclude that they have demonstrated 
true belief understanding. Nevertheless, the replication of pres-
ence versus absence of anticipatory looking in the neurotypical
and autistic children respectively [27]  as  well  as  the  contrast  
of patterns in performance between groups provides good evi-
dence that the false belief trial did in fact assess mentalizing
abilities.

Another limitation is the small sample size. Our initial target 
for the study was twenty participants in each syndrome group. 
However, due to the national lockdown in response to the COVID-
19 pandemic, we were unable to collect any further data via the 
Tobii Pro X3–120 system as this would have required face-to-face 
visits with participants. Whilst we explored remote webcam eye 
tracking technology available at that time, piloting in neurotypical 
children indicated that these methods were not sensitive enough 
to detect subtle but important social cognitive processes such 
as mentalizing. Considering the rarity of the syndrome groups 
and the challenges of collecting data from them, we therefore 
saw it appropriate to analyze the currently available data. Nev-
ertheless, some analyses may have been underpowered. Whilst 
children with CdLS and FXS showed implicit mentalizing task
performance that was comparable to the neurotypical group and
significantly better than autistic children, the time they spent
looking towards the target was not significantly above chance.
Whilst findings provide early evidence that these children may be
skilled at spontaneously mentalizing, future research replicating
these findings in larger samples is essential before making any

strong conclusions about these abilities in children with CdLS
and FXS.

Finally, we can conclude that the performance profiles of these 
groups in implicit and explicit mentalizing tasks are independent 
of verbal ability, but we cannot make conclusions regarding non-
verbal ability, as children did not take part in a full IQ assessment. 
We used receptive language ability as a proxy for verbal intelli-
gence, based on existing evidence linking verbal, rather than non-
verbal skills to social cognitive abilities in autistic children [22, 
30]. In addition, based on previous research findings, we proposed 
that it is the high language demands of explicit tasks that mask 
true mentalizing abilities in children with CdLS, FXS and autistic
children [17–19, 48]. Nevertheless, future work should investigate 
whether these profiles of performance on explicit and implicit 
mentalizing tasks remain after controlling for non-verbal ability
in these groups.

ACKNOWLEDGEMENTS 
The authors would like to thank all participants and their families 
who took part, as well as the autism, Cornelia de Lange and fragile
X support groups who helped recruit for this study.

AUTHORS’ CONTRIBUTIONS 
Katherine Ellis (Conceptualization [lead], Data curation [lead], 
Formal analysis [lead], Investigation [lead], Project administration 
[lead], Supervision [supporting], Visualization [lead], Writing -
original draft [lead], Writing - review & editing [lead]), Jo Moss 
(Conceptualization [lead], Formal analysis [supporting], Funding 
acquisition [lead], Methodology [lead], Project administration 
[lead], Supervision [lead], Writing - review & editing [lead]), 
Malwina Dziwisz (Data curation [supporting], Investigation 
[supporting], Project administration [lead]), Beth Jones (Data 
curation [supporting], Investigation [supporting], Methodology 
[supporting]), Christina Griva (Data curation [supporting], Inve sti-
gation [supporting], Methodology [supporting]), Sophie Pendered
(Data curation [supporting], Investigation [supporting]), Roisin
C Perry (Data curation [supporting], Investigation [supporting]),
Sarah White (Conceptualization [lead], Formal analysis [sup-
porting], Funding acquisition [lead], Methodology [lead], Project
administration [lead], Supervision [lead], Writing - review &
editing [lead]).

SUPPLEMENTARY DAT A
Supplementary data is available at Oxford Open Neuroscience online. 

CONFLICT OF INTEREST
The authors declare no potential conflicts of interest with respect 
to the research, authorship and/or publication of this article.

STUDY FUNDING AND APC FUNDING
This work was supported by the Baily Thomas Charitable Fund 
[TRUST/VC/AC/SG/4680/7595], Cerebra Children’s Charity and the 
Royal Society [DH150167]. The funders had no role in the study 
design, collection, analysis or interpretation of the data, in the
writing of the report or in the decision to submit the article for
publication CRediT authorship contribution statement.

D
ow

nloaded from
 https://academ

ic.oup.com
/oons/article/doi/10.1093/oons/kvaf003/8300262 by U

niversity of W
est London user on 24 M

arch 2026

https://academic.oup.com/oons/article-lookup/doi/10.1093/oons/kvaf003#supplementary-data


Ellis et al. | 11

DATA AV AILABILITY
The conditions of our ethics approval do not permit public archiv-
ing of anonymised study data. Readers seeking access to the
data should contact Jo Moss (j.moss@surrey.ac.uk). Access will be 
granted to named individuals in accordance with ethical proce-
dures governing the reuse of clinical data, including completion of 
a formal data sharing agreement and approval of the local ethics
committee.

ETHICS AND CONSENT
The study was granted ethical approval by the University College 
London Ethics Committee (Project ID number: 12763/001) and 
at the Research Integrity Governance Office at the University of
Surrey (EGA ref: GHMS 19–20 013).

REFERENCES 
1. American Psychiatric Association Diagnostic and statistical man-

ual of mental disorders, 5th edn. Arlington, VA: American Psychi-
atric Publishing, 2013

2. Richards C, Jones C, Groves L et al. Prevalence of autism spec-
trum disorder phenomenology in genetic disorders: a system-
atic review and meta-analysis. Lancet Psychiatry 2015;2:909–16.
https://doi.org/10.1016/S2215-0366(15)00376-4 

3. Bozhilova N, Welham A, Adams D et al. Profiles of autism 
characteristics in thirteen genetic syndromes: a machine learn-
ing approach. Mol Autism 2023;14:3. https://doi.org/10.1186/ 
s13229-022-00530-5 

4. Ellis K, Moss J, Stefanidou C et al. The development of early 
social cognitive skills in neurogenetic syndromes associated 
with autism: Cornelia de Lange, fragile X and Rubinstein-
Taybi syndromes. Orphanet J Rare Dis 2021;16:488. https://doi. 
org/10.1186/s13023-021-02117-4 

5. Frith CD. Social cognition. Philos Trans R Soc B Biol Sci 2008;363:
2033–9

6. Pretence VS. Social cognition and self-knowledge in autism. Psy-
chopathology. 2001;44:46–52. https://doi.org/10.1159/000317777 

7. Apperly IA, Butterfill SA. Do humans have two systems to 
track beliefs and belief-like states? Psychol Rev 2009;116:953–70.
https://doi.org/10.1037/a0016923 

8. Moss J, Oliver C, Nelson L et al. Delineating the profile of autism 
Spectrum disorder characteristics in Cornelia de Lange and
fragile X syndromes. Am J Intellect Dev Disabil 2013;118:55–73.
https://doi.org/10.1352/1944-7558-118.1.55 

9. Rutter M, Bailey A, Lord C The social communication questionnaire. 
Los Angeles , CA: Western Psychological Services, 2003

10. Moss J, Howlin P, Magiati I et al. Characteristics of autism 
spectrum disorder in Cornelia de Lange syndrome. J Child
Psychol Psychiatry 2012;53:883–91. https://doi.org/10.1111/ 
j.1469-7610.2012.02540.x 

11. Lord C, Rutter M, DiLavore PC et al. Autism diagnostic observation 
schedule, second edition (ADOS-2). T orrance, CA: Western Psycho-
logical Services, 2012

12. Wolff JJ, Bodfish JW, Hazlett HC et al. Evidence of a distinct 
Behavioral phenotype in young boys with fra gile X syndrome
and autism. J Am Acad Child Adolesc Psychiatry 2012;51:1324–32.
https://doi.org/10.1016/j.jaac.2012.09.001 

13. Moss J, Howlin P, Oliver C The assessment and presentation 
of autism Spectrum disorder and associated characteristics in 
individuals with severe intellectual disability and genetic syn-
dromes. In: Burack JA, Hodapp RM, Iarocci G et al., (eds.), The

Oxford Handbook of Intellectual Disability and Development. New
York: Oxford University Press, 2011

14. Persico AM, Bourgeron T. Searching for ways out of the autism 
maze: genetic, e pigenetic and environmental clues. Trends Neu-
rosci 2006;29:349–58. https://doi.org/10.1016/j.tins.2006.05.010 

15. Baron-Cohen S, Leslie AM, Frith U. Does the autistic child 
have a theory of mind? Cognition 1985;21:37–46. https://doi. 
org/10.1016/0010-0277(85)90022-8 

16. Gopnik A, Astington JW. Children’s understanding of represen-
tational change and its relation to the understanding of false
belief and the appearance-reality distinction. Child Dev 1988;59:
26–37. doi.org/10.2307/1130386 

17. Grant CM, Apperly I, Oliver C. Is theory of mind understanding 
impaired in males with frag ile X syndrome? J Abnorm Child Psy-
chol 2007;35:17–28. https://doi.org/10.1007/s10802-006-9077-0 

18. Ellis KR Social cognition in genetic syndromesPhD Thesis. Birming-
ham: University of Birmingham, School of Psychology, 2018

19. Cornish K, Burack JA, Rahman A et al. Theory of mind deficits in 
children with fr agile X syndrome. J Intellect Disabil Res 2005;49:
372–8. https://doi.org/10.1111/j.1365-2788.2005.00678.x 

20. Tager-Flusberg H. Evaluating the theory-of-mind hypothe-
sis of autism. Curr Dir Psychol Sci 2007;16:311–5. https://doi. 
org/10.1111/j.1467-8721.2007.00527.x 

21. Peters-Scheffer N, Didden R, Korzilius H et al. Understanding 
of intentions in children with autism Spectrum disorder and
intellectual disability. Adv Neurodev Disord 2018;2:3–15. https:// 
doi.org/10.1007/s41252-017-0052-2 

22. Ellis K, Lewington P, Powis L et al. Scaling of early social 
cognitive skills in typically developing infants and c hildren
with autism Spectrum disorder. J Autism Dev Disord 2020;50:
3988–4000. https://doi.org/10.1007/s10803-020-04449-9 

23. Frith U. Mind blindness and the brain in autism. Neuron. 2001;32:
969–79. https://doi.org/10.1016/S0896-6273(01)00552-9 

24. Jenner L, Richards C, Howard R et al. Heterogeneity of autism 
characteristics in genetic syndromes: key considerations for
assessment and support. Curr Dev Disord Rep 2023;10:132–46.
https://doi.org/10.1007/s40474-023-00276-6 

25. Senju A, Southgate V, White S et al. Mindblind eyes: an absence 
of spontaneous theory of mind in Asperger syndrome. Science.
2009;325:883–5. https://doi.org/10.1126/science.1176170 

26. Senju A, Southgate V, Miura Y et al. Absence of spontaneous 
action anticipation by false belief attribution in children with
autism spectrum disorder. Dev Psychopathol 2022;22:353–60.
https://doi.org/10.1017/S0954579410000106 

27. Schuwerk T, Jarvers I, Vuori M et al. Implicit Mentalizing persists 
beyond early childhood and is profoundly impaired in children
with autism Spectrum condition. Front Psychol 2016;7:1696. doi. 
org/10.3389/fpsyg.2016.01696 

28. Gliga T, Senju A, Pettinato M et al. Spontaneous belief attribution 
in younger siblings of c hildren on the autism spectrum. Dev
Psychol 2014;50:903–13. https://doi.org/10.1037/a0034146 

29. Baron-Cohen S. Theory of mind and autism: a review. Int Rev Res
Ment Retard 2000;23:169–84. https://doi.org/10.1016/S0074-7750 
(00)80010-5 

30. Happé FGE. The role of age and verbal ability in the the-
ory of mind task performance of subjects with autism. Child
Dev 1995;66:843–55. https://doi.org/10.1111/j.1467-8624.1995. 
tb00909.x 

31. Ellis K, White S, Dziwisz M et al. Visual attention patterns 
during a gaze following task in neurogenetic syndromes asso-
ciated with unique profiles of autistic traits: fragile X and Cor-
nelia de Lange syndromes. Cortex. 2024;174:110–24. https://doi. 
org/10.1016/j.cortex.2024.02.012

D
ow

nloaded from
 https://academ

ic.oup.com
/oons/article/doi/10.1093/oons/kvaf003/8300262 by U

niversity of W
est London user on 24 M

arch 2026


 9473 2699 a 9473 2699 a
 
mailto:j.moss@surrey.ac.uk
mailto:j.moss@surrey.ac.uk
mailto:j.moss@surrey.ac.uk
mailto:j.moss@surrey.ac.uk
https://doi.org/10.1016/S2215-0366(15)00376-4
https://doi.org/10.1016/S2215-0366(15)00376-4
https://doi.org/10.1016/S2215-0366(15)00376-4
https://doi.org/10.1016/S2215-0366(15)00376-4
https://doi.org/10.1016/S2215-0366(15)00376-4
https://doi.org/10.1016/S2215-0366(15)00376-4
https://doi.org/10.1186/s13229-022-00530-5
https://doi.org/10.1186/s13229-022-00530-5
https://doi.org/10.1186/s13229-022-00530-5
https://doi.org/10.1186/s13229-022-00530-5
https://doi.org/10.1186/s13023-021-02117-4
https://doi.org/10.1186/s13023-021-02117-4
https://doi.org/10.1186/s13023-021-02117-4
https://doi.org/10.1186/s13023-021-02117-4
https://doi.org/10.1159/000317777
https://doi.org/10.1159/000317777
https://doi.org/10.1159/000317777
https://doi.org/10.1037/a0016923
https://doi.org/10.1037/a0016923
https://doi.org/10.1037/a0016923
https://doi.org/10.1037/a0016923
https://doi.org/10.1352/1944-7558-118.1.55
https://doi.org/10.1352/1944-7558-118.1.55
https://doi.org/10.1352/1944-7558-118.1.55
https://doi.org/10.1111/j.1469-7610.2012.02540.x
https://doi.org/10.1111/j.1469-7610.2012.02540.x
https://doi.org/10.1111/j.1469-7610.2012.02540.x
https://doi.org/10.1111/j.1469-7610.2012.02540.x
https://doi.org/10.1111/j.1469-7610.2012.02540.x
https://doi.org/10.1016/j.jaac.2012.09.001
https://doi.org/10.1016/j.jaac.2012.09.001
https://doi.org/10.1016/j.jaac.2012.09.001
https://doi.org/10.1016/j.jaac.2012.09.001
https://doi.org/10.1016/j.jaac.2012.09.001
https://doi.org/10.1016/j.tins.2006.05.010
https://doi.org/10.1016/j.tins.2006.05.010
https://doi.org/10.1016/j.tins.2006.05.010
https://doi.org/10.1016/j.tins.2006.05.010
https://doi.org/10.1016/j.tins.2006.05.010
https://doi.org/10.1016/0010-0277(85)90022-8
https://doi.org/10.1016/0010-0277(85)90022-8
https://doi.org/10.1016/0010-0277(85)90022-8
https://doi.org/10.1016/0010-0277(85)90022-8
https://doi.org/10.1016/0010-0277(85)90022-8
doi.org/10.2307/1130386
doi.org/10.2307/1130386
https://doi.org/10.1007/s10802-006-9077-0
https://doi.org/10.1007/s10802-006-9077-0
https://doi.org/10.1007/s10802-006-9077-0
https://doi.org/10.1007/s10802-006-9077-0
https://doi.org/10.1111/j.1365-2788.2005.00678.x
https://doi.org/10.1111/j.1365-2788.2005.00678.x
https://doi.org/10.1111/j.1365-2788.2005.00678.x
https://doi.org/10.1111/j.1365-2788.2005.00678.x
https://doi.org/10.1111/j.1365-2788.2005.00678.x
https://doi.org/10.1111/j.1467-8721.2007.00527.x
https://doi.org/10.1111/j.1467-8721.2007.00527.x
https://doi.org/10.1111/j.1467-8721.2007.00527.x
https://doi.org/10.1111/j.1467-8721.2007.00527.x
https://doi.org/10.1111/j.1467-8721.2007.00527.x
https://doi.org/10.1007/s41252-017-0052-2
https://doi.org/10.1007/s41252-017-0052-2
https://doi.org/10.1007/s41252-017-0052-2
https://doi.org/10.1007/s41252-017-0052-2
https://doi.org/10.1007/s10803-020-04449-9
https://doi.org/10.1007/s10803-020-04449-9
https://doi.org/10.1007/s10803-020-04449-9
https://doi.org/10.1007/s10803-020-04449-9
https://doi.org/10.1016/S0896-6273(01)00552-9
https://doi.org/10.1016/S0896-6273(01)00552-9
https://doi.org/10.1016/S0896-6273(01)00552-9
https://doi.org/10.1016/S0896-6273(01)00552-9
https://doi.org/10.1016/S0896-6273(01)00552-9
https://doi.org/10.1016/S0896-6273(01)00552-9
https://doi.org/10.1007/s40474-023-00276-6
https://doi.org/10.1007/s40474-023-00276-6
https://doi.org/10.1007/s40474-023-00276-6
https://doi.org/10.1007/s40474-023-00276-6
https://doi.org/10.1126/science.1176170
https://doi.org/10.1126/science.1176170
https://doi.org/10.1126/science.1176170
https://doi.org/10.1126/science.1176170
https://doi.org/10.1017/S0954579410000106
https://doi.org/10.1017/S0954579410000106
https://doi.org/10.1017/S0954579410000106
https://doi.org/10.1017/S0954579410000106
doi.org/10.3389/fpsyg.2016.01696
doi.org/10.3389/fpsyg.2016.01696
doi.org/10.3389/fpsyg.2016.01696
https://doi.org/10.1037/a0034146
https://doi.org/10.1037/a0034146
https://doi.org/10.1037/a0034146
https://doi.org/10.1037/a0034146
https://doi.org/10.1016/S0074-7750(00)80010-5
https://doi.org/10.1016/S0074-7750(00)80010-5
https://doi.org/10.1016/S0074-7750(00)80010-5
https://doi.org/10.1016/S0074-7750(00)80010-5
https://doi.org/10.1016/S0074-7750(00)80010-5
https://doi.org/10.1016/S0074-7750(00)80010-5
https://doi.org/10.1111/j.1467-8624.1995.tb00909.x
https://doi.org/10.1111/j.1467-8624.1995.tb00909.x
https://doi.org/10.1111/j.1467-8624.1995.tb00909.x
https://doi.org/10.1111/j.1467-8624.1995.tb00909.x
https://doi.org/10.1111/j.1467-8624.1995.tb00909.x
https://doi.org/10.1111/j.1467-8624.1995.tb00909.x
https://doi.org/10.1016/j.cortex.2024.02.012
https://doi.org/10.1016/j.cortex.2024.02.012
https://doi.org/10.1016/j.cortex.2024.02.012
https://doi.org/10.1016/j.cortex.2024.02.012
https://doi.org/10.1016/j.cortex.2024.02.012


12 | Children with CdLS & Fragile X Represent False Beliefs

32. Symons FJ, Byiers BJ, Raspa M et al. Self-injurious behavior 
and fragile X syndrome: findings from the National F ragile X
Survey. Am J Intellect Dev Disabil 2010a;115:473–81. https://doi. 
org/10.1352/1944-7558-115.6.473 

33. Martin GE, Bush L, Klusek J et al. A multimethod analysis of prag-
matic skills in children and adolescents with fragile X syndrome, 
autism Spectrum disorder, and do wn syndrome. J Speech Lang
Hear Res 2018;61:3023–37. https://doi.org/10.1044/2018_JSLHR-
L-18-0008 

34. Wall CA, Hogan AL, Will EA et al. Early negative affect in 
males and females with fragile X syndrome: implications for
anxiety and autism. J Neurodev Disord 2019;11:22. https://doi. 
org/10.1186/s11689-019-9284-y 

35. Guy J, Ng-Cordell E, Doherty BR et al. Understanding atten-
tion, memory and social biases in fragile X syndrome: going 
below the surface with a multi-method approach. Res Dev Disabil
2020;104:103693. https://doi.org/10.1016/j.ridd.2020.103693 

36. Richards C, Moss J, O’Farrell L et al. Social anxiety in Cornelia de 
Lange syndrome. J Autism Dev Disord 2009;39:1155–62. https:// 
doi.org/10.1007/s10803-009-0730-7 

37. Dunn LM, Dunn DM, Styles B et al. The British picture vocabulary
scale, 3rd edn. London: GL Assessment, 2009

38. Loomes R, Hull L, Mandy WPL. What is the male-to-female 
ratio in autism Spectrum disorder? A systematic r eview and
meta-analysis. J Am Acad Child Adolesc Psychiatry 2017;56:466–74.
https://doi.org/10.1016/j.jaac.2017.03.013 

39. Zeidan J, Fombonne E, Scorah J et al. Global prevalence of autism: 
a systematic review update. Autism Res 2022a;15:778–90. https:// 
doi.org/10.1002/aur.2696 

40. Maenner MJ, Shaw KA, Bakian AV et al. Prevalence and charac-
teristics of autism Spectrum disorder among children aged 8 
years—autism and developmental disabilities monitoring net-
work, 11 sites, United States, 2018. MMWR Surveill Summ 2021;70:
1–16. https://doi.org/10.15585/mmwr.ss7011a1 

41. Constantino JN, Gruber CP Social responsiveness scale, second edi-
tion (SRS-2). Torrance, C A: Western Psychological Services, 2012

42. Wellman HM, Liu D. Scaling of theory-of-mind tasks. Child
Dev 2004;75:523–41. https://doi.org/10.1111/j.1467-8624.2004.00 
691.x 

43. Perner J, Leekam SR, Wimmer H. Three-year-olds’ difficulty 
with false belief: the case for a conceptual deficit. Br J Dev
Psychol 1987;5:125–37. https://doi.org/10.1111/j.2044-835X.1987. 
tb01048.x 

44. White S, Hill E, Happé F et al. Revisiting the strange stories: 
rev ealing Mentalizing impairments in autism. Child Dev 2009;80:
1097–117. https://doi.org/10.1111/j.1467-8624.2009.01319.x 

45. Wu R, Leow K, Yu N et al. Evaluative contexts facilitate implicit 
mentalizing: relation to the broader autism phenotype and
mental health. Sci Rep 2024;14:4697. https://doi.org/10.1038/ 
s41598-024-55075-9 

46. Milligan K, Astington JW, Dack LA. Language and theory of mind: 
meta-analysis of the relation between language ability and 
false-belief understanding. Child Dev 2007;78:622–46. https://doi. 
org/10.1111/j.1467-8624.2007.01018.x 

47. Tager-Flusberg H, Joseph RM How language facilitates the 
acquisition of false belief understanding in children with 
autism. In: Astington JW, Baird JA, (eds.), Why language matters
for theory of mind. New York: Oxford University Press, 2005,
298–318

48. Kimhi Y. Theory of mind abilities and deficits in autism Spec-
trum disorders. Top Lang Disord 2014;34:329–43. https://doi. 
org/10.1097/TLD.0000000000000033 

49. Wellman HM, Cross D, Watson J. Meta-analysis of theory-
of-mind development: the truth about false belief. Child Dev
2001;72:655–84. https://doi.org/10.1111/1467-8624.00304 

50. Moss J, Nelson L, Powis L et al. Comparative study of socia-
bility in Angelman, Cornelia de Lange, fragile X, down, and 
Rubinstein Taybi syndromes and autism Spectrum disor-
der. Am J Intellect Dev Disabil 2016;121:465–86. https://doi. 
org/10.1352/1944-7558-121.6.465 

51. Nelson L, Crawford H, Reid D et al. An experimental study of 
executive function and social impairment i n Cornelia de Lange
syndrome. J Neurodev Disord 2017;9:33. https://doi.org/10.1186/ 
s11689-017-9213-x 

52. Pearson E, Nielsen E, Kita S et al. Low speech rate but high 
gesture rate during conversational interaction in people with
Cornelia de Lange syndrome. J Intellect Disabil Res 2021;65:601–7.
doi.org/10.1111/jir.12829 

53. Ellis K, Pearson E, Murray C et al. The importance of refined 
assessment of communication and social functioning in people 
with intellectual disabilities: insights from neurogenetic syn-
drome researchIn: Channell MM, Mattie LJ, (eds). Int Rev Res
Dev Disabil 2023;64 London: Academic Press, 97–170. https://doi. 
org/10.1016/bs.irrdd.2023.07.003 

54. Mutter B, Alcorn MB, Welsh M. Theory of mind and executive 
function: working-memory capacity and inhibitory control as
predictors of false-belief task performance. Percept Mot Skills
2006;102:819–35. https://doi.org/10.2466/pms.102.3.819-835 

55. Schmitt LM, Shaffer RC, Hessl D et al. Executive function in frag-
ile X syndrome: a systematic review. Brain Sci 2019;9:9. https:// 
doi.org/10.3390/brainsci9010015 

56. Reid D, Moss J, Nelson L et al. Executive functioning in Cornelia 
de Lange syndrome: domain asynchrony and age-related per-
formance. J Neurodev Disord 2017;9:29. https://doi.org/10.1186/ 
s11689-017-9208-7 

57. Johnson VR Executive function and decision-making in Cornelia De 
Lange syndromePhD Thesis. Birmingham: Uni versity of Birming-
ham, School of Psychology, 2015

58. Pellicano E. Individual differences in executive function and cen-
tral coherence predict developmental changes in theory of mind 
in autism. Dev Psychol 2010;46:530–44. https://doi.org/10.1037/ 
a0018287 

59. Lieberman MD. Social cognitive neuroscience: a review of 
Core processes. Annu Rev Psychol 2007;58:259–89. https://doi. 
org/10.1146/annurev.psych.58.110405.085654 

60. Van Overwalle F, Vandekerckhove M. Implicit and explicit social 
mentalizing: dual processes driven by a shared neural net-
work. Front Hum Neurosci 2013;7:560. https://doi.org/10.3389/ 
fnhum.2013.00560 

61. Nijhof AD, Bardi L, Brass M et al. Brain activity for spontaneous 
and explicit mentalizing in adults with autism spectrum disor-
der: an fMRI study. Neuroimage Clin 2018;18:475–84. https://doi. 
org/10.1016/j.nicl.2018.02.016 

62. Gronchi G, Giovannelli F. Dual process theory of thought 
and default mode network: a possible neural Foundation of
Fast Thinking. Front Psychol 2018;9:1237. https://doi.org/10.3389/ 
fpsyg.2018.01237 

63. Livingston LA, Colvert E, Bolton P et al. Good social skills despite 
poor theory of mind: exploring compensation in autism spec-
trum disorder. J Child Psychol Psychiatry 2019;60:102–10. https:// 
doi.org/10.1111/jcpp.12886 

64. Abbeduto L, McDuffie A, Thurman AJ. The fragile X syndrome– 
autism comorbidity: what do w e really know? Front Genet 2014;5:
1–10. https://doi.org/10.3389/fgene.2014.00355

D
ow

nloaded from
 https://academ

ic.oup.com
/oons/article/doi/10.1093/oons/kvaf003/8300262 by U

niversity of W
est London user on 24 M

arch 2026

https://doi.org/10.1352/1944-7558-115.6.473
https://doi.org/10.1352/1944-7558-115.6.473
https://doi.org/10.1352/1944-7558-115.6.473
https://doi.org/10.1044/2018_JSLHR-L-18-0008
https://doi.org/10.1044/2018_JSLHR-L-18-0008
https://doi.org/10.1044/2018_JSLHR-L-18-0008
https://doi.org/10.1044/2018_JSLHR-L-18-0008
https://doi.org/10.1044/2018_JSLHR-L-18-0008
https://doi.org/10.1186/s11689-019-9284-y
https://doi.org/10.1186/s11689-019-9284-y
https://doi.org/10.1186/s11689-019-9284-y
https://doi.org/10.1186/s11689-019-9284-y
https://doi.org/10.1186/s11689-019-9284-y
https://doi.org/10.1016/j.ridd.2020.103693
https://doi.org/10.1016/j.ridd.2020.103693
https://doi.org/10.1016/j.ridd.2020.103693
https://doi.org/10.1016/j.ridd.2020.103693
https://doi.org/10.1016/j.ridd.2020.103693
https://doi.org/10.1007/s10803-009-0730-7
https://doi.org/10.1007/s10803-009-0730-7
https://doi.org/10.1007/s10803-009-0730-7
https://doi.org/10.1007/s10803-009-0730-7
https://doi.org/10.1016/j.jaac.2017.03.013
https://doi.org/10.1016/j.jaac.2017.03.013
https://doi.org/10.1016/j.jaac.2017.03.013
https://doi.org/10.1016/j.jaac.2017.03.013
https://doi.org/10.1016/j.jaac.2017.03.013
https://doi.org/10.1002/aur.2696
https://doi.org/10.1002/aur.2696
https://doi.org/10.1002/aur.2696
https://doi.org/10.1002/aur.2696
https://doi.org/10.15585/mmwr.ss7011a1
https://doi.org/10.15585/mmwr.ss7011a1
https://doi.org/10.15585/mmwr.ss7011a1
https://doi.org/10.15585/mmwr.ss7011a1
https://doi.org/10.15585/mmwr.ss7011a1
https://doi.org/10.15585/mmwr.ss7011a1
https://doi.org/10.1111/j.1467-8624.2004.00691.x
https://doi.org/10.1111/j.2044-835X.1987.tb01048.x
https://doi.org/10.1111/j.2044-835X.1987.tb01048.x
https://doi.org/10.1111/j.2044-835X.1987.tb01048.x
https://doi.org/10.1111/j.2044-835X.1987.tb01048.x
https://doi.org/10.1111/j.2044-835X.1987.tb01048.x
https://doi.org/10.1111/j.2044-835X.1987.tb01048.x
https://doi.org/10.1111/j.2044-835X.1987.tb01048.x
https://doi.org/10.1111/j.1467-8624.2009.01319.x
https://doi.org/10.1111/j.1467-8624.2009.01319.x
https://doi.org/10.1111/j.1467-8624.2009.01319.x
https://doi.org/10.1111/j.1467-8624.2009.01319.x
https://doi.org/10.1111/j.1467-8624.2009.01319.x
https://doi.org/10.1038/s41598-024-55075-9
https://doi.org/10.1038/s41598-024-55075-9
https://doi.org/10.1038/s41598-024-55075-9
https://doi.org/10.1038/s41598-024-55075-9
https://doi.org/10.1111/j.1467-8624.2007.01018.x
https://doi.org/10.1111/j.1467-8624.2007.01018.x
https://doi.org/10.1111/j.1467-8624.2007.01018.x
https://doi.org/10.1111/j.1467-8624.2007.01018.x
https://doi.org/10.1111/j.1467-8624.2007.01018.x
https://doi.org/10.1097/TLD.0000000000000033
https://doi.org/10.1097/TLD.0000000000000033
https://doi.org/10.1097/TLD.0000000000000033
https://doi.org/10.1097/TLD.0000000000000033
https://doi.org/10.1111/1467-8624.00304
https://doi.org/10.1111/1467-8624.00304
https://doi.org/10.1111/1467-8624.00304
https://doi.org/10.1352/1944-7558-121.6.465
https://doi.org/10.1352/1944-7558-121.6.465
https://doi.org/10.1352/1944-7558-121.6.465
https://doi.org/10.1186/s11689-017-9213-x
https://doi.org/10.1186/s11689-017-9213-x
https://doi.org/10.1186/s11689-017-9213-x
https://doi.org/10.1186/s11689-017-9213-x
https://doi.org/10.1186/s11689-017-9213-x
doi.org/10.1111/jir.12829
doi.org/10.1111/jir.12829
doi.org/10.1111/jir.12829
https://doi.org/10.1016/bs.irrdd.2023.07.003
https://doi.org/10.1016/bs.irrdd.2023.07.003
https://doi.org/10.1016/bs.irrdd.2023.07.003
https://doi.org/10.1016/bs.irrdd.2023.07.003
https://doi.org/10.1016/bs.irrdd.2023.07.003
https://doi.org/10.2466/pms.102.3.819-835
https://doi.org/10.2466/pms.102.3.819-835
https://doi.org/10.2466/pms.102.3.819-835
https://doi.org/10.2466/pms.102.3.819-835
https://doi.org/10.3390/brainsci9010015
https://doi.org/10.3390/brainsci9010015
https://doi.org/10.3390/brainsci9010015
https://doi.org/10.3390/brainsci9010015
https://doi.org/10.1186/s11689-017-9208-7
https://doi.org/10.1186/s11689-017-9208-7
https://doi.org/10.1186/s11689-017-9208-7
https://doi.org/10.1186/s11689-017-9208-7
https://doi.org/10.1037/a0018287
https://doi.org/10.1037/a0018287
https://doi.org/10.1037/a0018287
https://doi.org/10.1037/a0018287
https://doi.org/10.1146/annurev.psych.58.110405.085654
https://doi.org/10.1146/annurev.psych.58.110405.085654
https://doi.org/10.1146/annurev.psych.58.110405.085654
https://doi.org/10.1146/annurev.psych.58.110405.085654
https://doi.org/10.1146/annurev.psych.58.110405.085654
https://doi.org/10.3389/fnhum.2013.00560
https://doi.org/10.3389/fnhum.2013.00560
https://doi.org/10.3389/fnhum.2013.00560
https://doi.org/10.3389/fnhum.2013.00560
https://doi.org/10.1016/j.nicl.2018.02.016
https://doi.org/10.1016/j.nicl.2018.02.016
https://doi.org/10.1016/j.nicl.2018.02.016
https://doi.org/10.1016/j.nicl.2018.02.016
https://doi.org/10.1016/j.nicl.2018.02.016
https://doi.org/10.3389/fpsyg.2018.01237
https://doi.org/10.3389/fpsyg.2018.01237
https://doi.org/10.3389/fpsyg.2018.01237
https://doi.org/10.3389/fpsyg.2018.01237
https://doi.org/10.1111/jcpp.12886
https://doi.org/10.1111/jcpp.12886
https://doi.org/10.1111/jcpp.12886
https://doi.org/10.1111/jcpp.12886
https://doi.org/10.3389/fgene.2014.00355
https://doi.org/10.3389/fgene.2014.00355
https://doi.org/10.3389/fgene.2014.00355
https://doi.org/10.3389/fgene.2014.00355


Ellis et al. | 13

65. Niu M, Han Y, Dy ABC et al. Autism symptoms in frag-
ile X syndrome. J Child Neurol 2017;32:903–9. https://doi. 
org/10.1177/0883073817712875 

66. Rutter M, LeCouteur A, Lord C Autism diagnostic interview–revised 
manual. Los Angeles , CA: Western Psychological Services, 2003

67. Thurman AJ, McDuffie A, Kover ST et al. Use of emotional cues 
for lexical learning: a comparison of autism spectrum disor der
and fragile X syndrome. J Autism Dev Disord 2015;45:1042–61.
https://doi.org/10.1007/s10803-014-2260-1 

68. Moss J, Penhallow J, Ansari M et al. Genotype-phenotype correla-
tions in Cornelia de Lange syndrome: Behavioral characteristics 
and changes with age. Am J Med Genet A 2017;173:1566–74.
https://doi.org/10.1002/ajmg.a.38228 

69. Giani L, Michelini G, Nobile M et al. Behavioral markers of 
social anxiety in Cornelia de Lange syndrome: a brief systematic
review. J Affect Disord 2022;299:636–43. https://doi.org/10.1016/j. 
jad.2021.12.099 

70. Wermes R, Lincoln TM, Helbig-Lang S. Anxious and alert? Hyper-
vigilance in social anxiety disor der. Psychiatry Res 2018;269:
740–5. https://doi.org/10.1016/j.psychres.2018.08.086 

71. Counsell A, Furtado M, Iorio C et al. Intolerance of uncertainty, 
social anxiety, and generalized anxiety: differ ences by diag-
nosis and symptoms. Psychiatry Res 2017;252:63–9. https://doi. 
org/10.1016/j.psychres.2017.02.046 

72. Eickers G. Scripts and social cognition. Ergo. 2024;10:54. https:// 
doi.org/10.3998/ergo.5191 

© The Author(s) 2025. Published by Oxford University Press. This is an Open Access article distributed under the terms of the Creative Commons Attribution License (https://creativecommons.org/licenses/by/4.0/), which permits unrestricted reuse, distribution, and 
reproduction in any medium, provided the original work is properly cited.
Oxford Open Neuroscience, 2025, 4 , kvaf003
https://doi.org/10.1093/oons/kvaf003 
Research Article

D
ow

nloaded from
 https://academ

ic.oup.com
/oons/article/doi/10.1093/oons/kvaf003/8300262 by U

niversity of W
est London user on 24 M

arch 2026

https://doi.org/10.1177/0883073817712875
https://doi.org/10.1177/0883073817712875
https://doi.org/10.1177/0883073817712875
https://doi.org/10.1007/s10803-014-2260-1
https://doi.org/10.1007/s10803-014-2260-1
https://doi.org/10.1007/s10803-014-2260-1
https://doi.org/10.1007/s10803-014-2260-1
https://doi.org/10.1002/ajmg.a.38228
https://doi.org/10.1002/ajmg.a.38228
https://doi.org/10.1002/ajmg.a.38228
https://doi.org/10.1002/ajmg.a.38228
https://doi.org/10.1002/ajmg.a.38228
https://doi.org/10.1016/j.jad.2021.12.099
https://doi.org/10.1016/j.jad.2021.12.099
https://doi.org/10.1016/j.jad.2021.12.099
https://doi.org/10.1016/j.jad.2021.12.099
https://doi.org/10.1016/j.jad.2021.12.099
https://doi.org/10.1016/j.psychres.2018.08.086
https://doi.org/10.1016/j.psychres.2018.08.086
https://doi.org/10.1016/j.psychres.2018.08.086
https://doi.org/10.1016/j.psychres.2018.08.086
https://doi.org/10.1016/j.psychres.2018.08.086
https://doi.org/10.1016/j.psychres.2017.02.046
https://doi.org/10.1016/j.psychres.2017.02.046
https://doi.org/10.1016/j.psychres.2017.02.046
https://doi.org/10.1016/j.psychres.2017.02.046
https://doi.org/10.1016/j.psychres.2017.02.046
https://doi.org/10.3998/ergo.5191
https://doi.org/10.3998/ergo.5191
https://doi.org/10.3998/ergo.5191
https://doi.org/10.3998/ergo.5191
https://creativecommons.org/licenses/by/4.0/
https://creativecommons.org/licenses/by/4.0/
https://creativecommons.org/licenses/by/4.0/
https://creativecommons.org/licenses/by/4.0/
https://creativecommons.org/licenses/by/4.0/
https://doi.org/10.1093/oons/kvaf003

	 Evidence of spontaneous mentalizing in children with Cornelia de Lange and fragile X syndromes, but not autistic children
	INTRODUCTION
	MATERIALS AND METHODS
	Results
	Discussion
	Conclusion
	Limitations and future directions
	ACKNOWLEDGEMENTS
	AUTHORS' CONTRIBUTIONS
	SUPPLEMENTARY DATA
	CONFLICT OF INTEREST
	STUDY FUNDING AND APC FUNDING
	DATA AVAILABILITY
	ETHICS AND CONSENT


