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Case Report

Capgras Syndrome After Bifrontal
Craniotomy for Excision of Right Lateral
Intraventricular Subependymoma

David R. Spiegel, MD; Miranda N. Teixeira, BS; Jovanna A. Tracz, BS; and Tony J. Colangelo, MD

apgras syndrome (CS) is a
‘ delusion of misidentification
that occurs when a patient
believes an individual with whom
the patient is familiar is no longer
themselves.! CS classically causes
the patient to believe that the person
has been replaced, misidentifying
the person and substituting a similar
individual with a different emotional
connection. CS is historically rare and
was initially thought to be precipitated
only by psychodynamic causes;
however, CS is now a known sequela

Figure 1.

of organic causes such as neurologic
disorders and intracranial lesions.?

Case Report

A 65-year-old White man with no
history of psychiatric or substance
use presented to the emergency
department (ED) for evaluation of the
incapability to recognize his fiancé.
Due to a 2-year history of intermittent
headaches, 28 days prior to admission,
the patient underwent bifrontal
craniotomy for excision of right lateral
intraventricular subependymoma

Preoperative Coronal Images of a 2.9 x 3.0 x 2.3-cm Right
Lateral Intraventricular Subependymoma With Asymmetric
Hydrocephalus (A and B) and Postoperative Coronal Images
With the Operative Tract Extending From the Right Superior
Frontal Sulcus Through the Right Dorsomedial Prefrontal Cortex

to the Lateral Ventricle (C and D)

with asymmetric hydrocephalus,
approached via right frontal horn.
Head computed tomography; complete
blood count; complete metabolic
panel; thyroid function tests; vitamin
B,, B, and B, levels; and infectious
and toxicologic evaluation were all
unremarkable. Notably, the patient’s
fiancé remained with the patient

after craniotomy and discharge.
However, on the morning of the ED
presentation, the patient believed

that his fiancé had been replaced by
her sister, and he called the police to
report her missing. After his admission
to the hospital, the psychiatry
consultation team was consulted.

Table 1> includes details of
the psychiatric evaluation with
comparisons to the evidence base on
CS. Notably, the patient’s mental status
examination was unremarkable except
for visual hallucinations and paranoid
delusions. The patient was oriented
x 2, while the Confusion Assessment
Method?® was negative for presence
of delirium. The patient scored a
53 and 22 on the Brief Psychiatric
Rating Scale (BPRS)® and Mini-Mental
State Examination,” respectively.

The neurosurgery department
concluded that no new intracranial
findings were present to cause CS.

The patient began carbamazepine
and brivaracetam after admission,
and the psychiatry team added
olanzapine. On days 7 and 10 of
hospitalization, the patient’s BPRS
scores were 42 and 38, respectively.
The patient was discharged on
hospital day 11 on carbamazepine,
brivaracetam, and olanzapine. At
follow-up 6 weeks later, the patient
denied delusions of misidentification/
CS, and his BPRS score was 21.
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Table 1.
Reported Characteristics of Capgras Syndrome Compared to Our Patient
Capgras Syndrome Due to Nonpsychiatric Etiology Our Patient
Median age at onset? Middle to late adulthood/64 y (SD: 19.68 y) 65y
Sex? Male/female: 52%/48% Male

Identity of the imposter®*

Spouse (50%)>parent (15%) > child (14%)>sibling (7%)

Fiancé/spouse

Paranoid delusions?*

25%

)

Auditory hallucinations?* 12% o

Visual hallucinations?* 19% )

Aggression®® 23% )

Partial or good response to 60% (antipsychotics are most commonly prescribed medication) Treated with olanzapine; 6 weeks afterward, delusional
treatment? misidentification was no longer present

Neuroimaging?*

Global atrophy: 35%; frontotemporal atrophy: 12%; cases with
identifiable cerebral pathology: 80%—89%2° involving right
hemisphere (either individually or bilateral); right frontal lobe =64%3

Degree of atrophy: moderate; postsurgical changes related to right
frontal craniotomy with resection of right lateral intraventricular
hemorrhage in the marrow™; susceptibility along the surgical track
extending into the right lateral ventricle consistent with postoperative
blood products; layering hemorrhage within the right greater than
left occipital horn of the lateral ventricle; heterogeneous devitalized
tissue along the surgical tract right frontal lobe extending through the
corpus callosum to the ventricle; small volume edematous changes
surrounding the surgical tract in the right frontal lobe

EEG?

35% found to have some form of abnormality, predominantly in the
right hemisphere (left/right: 2:7)

Nearly continuous polymorphic and at times rhythmic delta slowing
present over the right frontotemporal regions; no evidence of
epileptiform abnormalities

Proposed pathophysiology?*

(1) Visual recognition of a familiar face results from: conscious
recognition of the face (core system that analyzes visual
appearance); extended system that extracts personal knowledge
related to this face (right mPFC); emotional arousal that
accompanies conscious recognition is responsible for the sense of
familiarity (limbic-mediated)

(2) Belief Evaluation System (right mPFC)
May arise from conjunction of 2 lesions: affecting brain’s ability to

attach emotional significance to a familiar face and evaluate familiar

face validity in context of preexisting knowledge*

Abbreviations: EEG=electroencephalogram, mPFC=medial prefrontal cortex.
Symbols: (-)=absent, (+)=present.

Gray matter damage in right frontal areas (postsurgical changes
from bifrontal craniotomy for excision of right lateral intraventricular
subependymoma)

Discussion

CS is the most prevalent of
the delusional misidentification
syndromes. It appears in both
psychiatric illness and medical/
neurologic—based brain dysfunction.®
Toward this end, in a review of
260 case reports of delusional
misidentification syndrome,
approximately 70% had CS. The
most common diagnoses included
schizophrenia (73.0% of CS cases),
dementia or other organic mental
disorders (26.4%), and mood disorders
(16.7%). Additionally, a CS prevalence
of approximately 15.3% has been
suggested among neurologic disorders,
similar to risks among persons with
major psychiatric disorders.’

While there is mixed evidence
regarding lesions of a single brain
region causing CS,'°-12 our case

supports frontal lobe involvement in
CS.1314 Specifically, during resection
of our patient’s subependymoma,

the superior frontal sulcus was
microdissected, and corticotomy

of white matter tracts at the base

of the middle frontal gyrus was
performed to approach the frontal
horn for tumor excision. Postoperative
imaging depicts this tract through
the prefrontal cortex (see Table 1).
We propose that chronic postsurgical
changes in the latter may have had a
role in the development of CS. More
specifically, right frontal dysfunction
has been associated with the
pathological persistence of delusional
beliefs after neurologic injuries.? While
our patient’s abnormal perception
occurred from a disconnection
between implicit and explicit facial
processing, between visual facial
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perceptual areas and limbic structures
or other unknown mechanisms,

he certainly met criteria for CS.?
Fortunately, resolution of symptoms
were noted at 6-week follow-up. Thus,
while our case does not resolve the
pathophysiology of CS, it does lend
further support to a right hemispheric
frontal lesion as partly causative.
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