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ABSTRACT

Zonuz AT, Treister N, Mehdipour F, Farahani RM, Tubbs RS, Shoja
MM. Factitial pemphigus-like lesions. Med Oral Patol Oral Cir Bucal

2007;12:E205-8.
© Medicina Oral S. L. C.LF. B 96689336 - ISSN 1698-6946

The maxillofacial region is rarely subjected to self-inflicted conditions such as factitious disease. Nasal ulceration, facial
emphysema, periorbital ecchymosis, mandibular subluxation, gingival and mucosal ulceration, dental and salivary gland
pain and glossopharyngeal neuralgia have been reported as possible manifestations of factitious disease. We report a case
of a young woman who presented with unilateral bullous and ulcerative oral and erythematous facial lesions that were
initially diagnosed as pemphigus vulgaris but was later determined to be secondary to self-inflicted injuries. To the best
of the authors’ knowledge, this clinical scenario has not been previously reported in the context of a factitious disease

and, therefore, may be considered in the differential diagnosis of oral vesiculobullous disorders.
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INTRODUCTION

Factitious disorders are characterized by intentionally
produced or feigned psychological or physical signs and/or
symptoms in order to assume a sick role in the absence of
any known external incentives for the behavior (1). The so-
called Munchausen syndrome is characterized by patients
who chronically seek medical attention and present with
predominately physical findings, however, both terms are
often used interchangeably (2). The maxillofacial region is
rarely subjected to these self-inflicted injuries. We describe
a young woman with factitious disorder who presented with
unilateral bullous and ulcerative oral and erythematous
facial lesions that was initially misdiagnosed as pemphigus
vulgaris.

CASE REPORT

A 17-year-old female presented to the oral medicine depar-
tment with a complaint of “sore gums” . Her past medical
history was unremarkable. Physical examination revealed a

young lady who was in no acute distress. She presented with
erythema of the left facial skin as well as unilateral bullous
and ulcerative lesions of the oral mucosa on the ipsilateral
side (Fig. 1a,b). The facial erythematous macular lesions
were well-demarcated and covered the entire left cheek
with no associated crusting, ulceration, or swelling. The
oral lesions, characterized by desquamation, erythema and
ulceration, involved the facial aspects of the maxillary and
mandibular gingiva and alveolar mucosa from approximate-
ly the right lateral incisor to the left second molar. Her oral
hygiene appeared adequate. The rest of the examination was
otherwise unremarkable. The patient had no other areas of
erythema or ulceration.

Upon questioning, she denied the use of any harmful mate-
rials or overzealous toothbrushing all of which were consi-
dered as possible etiological factors. When the patient was
asked about the onset of her condition, she had no definite
answer. Laboratory findings with reference to hematological
and blood chemistry tests were all within normal limits.
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Fig. 1. The anterior (a) and lateral (b) views of the orofacial
lesions. Unilateral ulcerative oral lesions and the erythematous
facial lesion are evident.

Fig. 2. Photomicrograph demonstrating intra-epithelial
blisters as well as inflammatory infiltration throughout
the connective tissue (H&E, magnification x20).
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A punch biopsy specimen was obtained from the affected
oral mucosa adjacent to the mandibular second premolar
containing both normal and lesional tissue. The light micros-
copic examination of the specimen showed intra-epithelial
blister formation as well as sub-epithelial inflammatory
infiltration suggestive of pemphigus vulgaris (Figure 2). A
second specimen was sent for direct immunofluorescence
examination. With a presumptive diagnosis of pemphigus
vulgaris, 80 mg per day of prednisone was initiated.

At follow-up three days later, the facial lesion was noted
to have increased considerably in size and color intensity.
These changes in the lesion characteristics were unusual and
unexpected. After application with alcohol-impregnated
gauze, the erythema diminished considerably. Following
further counseling, the patient presented us with a bottle
of carpet dye from her purse. Application of the dye to
the normal skin produced a color closely resembling that
of the facial lesion suggesting a feigned scenario. The oral
lesions were essentially unchanged. The steroid therapy
was discontinued and the patient and her family were then
asked to consult with a psychiatric specialist. The pathology
laboratory was notified to disregard the sample sent for
direct immunofluorescence.

On psychological interview, the patient explained that she is
the youngest of four children in an educated family. She had
two older brothers who were engineers and an older sister
who was a pharmacologist. She mentioned that university
education was highly valued in her family and that her pa-
rents expected her to be accepted in a prestigious major at
the university. The uncertainty regarding her ability to pass
the university entrance exam had been a major source of
stress in her life during the last several months. The diagnosis
of factitious disorder was made after the patient confirmed
the use of carpet dye and also the self-inflicted nature of
her facial/oral lesions. Thereafter, the psychological con-
sultation was continued. Two months later the patient was
contacted and her sister confirmed the resolution of the
orofacial lesions.

DISCUSSION

Self injurious behavior (SIB) is a complex disorder. Different
theories have been suggested regarding its etiology. Biolo-
gical causes such as Lesch-Nyhan and Gilles de La Tourett
syndromes, autism, familial dysautonomia and mental
retardation have been well-recognized (3-7). On the other
hand, functional theories maintain that escape or attention
seeking through SIB, which may arise in stressful situations,
may be etiological factors especially in the absence of any
known biological factors. In our case, the chronic social
stress associated with her university entrance exam and
family expectations might have caused the patient to use the
SIB as a means of escape or excuse. More importantly, as has
been previously reported, becoming the focus of her family’s
attention appeared to be a secondary gain (2, 8, 9).
Competition among siblings for parental love has been
an important driving force in human evolution. The fact
that parents provide their children with a series of niches
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or compartmentalized emotional, behavioral and psycho-
logical microenvironments has been suggested previously
(10, 11). Even when the parents do not favor one child over
another, the competition between siblings continues over
issues such as cultivation and exploitation of these family
positions (12). In the present case, the educational status and
the social prestige and privilege gained through educational
achievement were significant factors affecting the dynamics
of the patient’s family.

Stewart and Kernohan classified factitial oral lesions (FOL)
as type A being those superimposed upon a pre-existing
lesion, type B involving the injuries secondary to an establis-
hed habit, and type C as those of an unknown or complex
etiology (13). The FOL in the present case should be cate-
gorized as type C due to the complex psychological etiology
and lack of preexisting lesions or habits. Different variants
of FOL have been described including factitial gingivitis,
factitial ulcer, factitial periodontitis, and auto-extraction
(4, 14-16). The etiology of FOL is diverse. Habits such as
digit sucking, fingernail and lip biting, bruxism, chemical
injury and placement of foreign objects in the mouth may
be responsible for this phenomenon (14, 15, 17-24). In our
patient, we could not determine the exact cause of oral
lesions however the use of an irritant or a caustic material
seems probable.

There have been few reports of oral factitial disease being
mistaken for more serious medical conditions. Barrett et
al. reported a case that was initially mistaken clinically for
an oral vesiculobullous disease, however, histopathology,
direct immunofluorescence, and serology were all found
to be negative (20). In several reported cases clinical and
histopathological findings were consistent with mucous
membrane pemphigoid, and only with negative direct
immunofluorescence and lack of response to systemic
steroid therapy was the true diagnosis obtained (8,25).
Other reports have described findings highly suspicious for
malignancy, with one initially considered to be metastatic
liposarcoma and another mistaken histopathologically for
either leukemia or lymphoma, only ruled out after multiple
tissue biopsies, molecular studies and bone marrow biopsy
(26,27). To the best of our knowledge, there have been no
previous reports of oral factitious disease presenting with
both clinical and histopathological findings consistent with
pemphigus vulgaris. These reports stress the importance
of obtaining a detailed clinical and social history, careful
interpretation of laboratory results, and consideration of
factitious disease in the differential diagnosis of cases that
either present atypically, have a poor or incomplete history,
or that do not respond to appropriate therapy.

The combination of oral and facial lesions in the context
of a factitial disorder has not been previously reported.
Discrete factitial facial lesions are well-reported and possibly
more common than previously thought (9). Ugurlu et al.
found that 18 out of 38 patients with factitious dermatitis
had facial lesions and these were more common in women
(9). However, there was no mention of oral involvement in
this study. Rogers et al. performed a retrospective study on
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patients referred to a pediatric dermatologist revealing thir-
ty-two patients with artifactual skin disease of whom four
patients had presented with erythematous lesions which could
be removed by wiping with a swab (28). These lesions were due
to applied paint or pigment, a scenario closely resembling the
one presented in this report. Facial erythema has also been
reported secondary to the application of a hot towel, and in
one bizarre case, repeated application of menstrual blood
(29,30). The case involving menstrual blood also showed
interesting parallels to the present report as both cases were
young females with a similar geographic region and under a
comparable emotional stress where attention of the family
members due to their illness was an important psychosocial
or cultural component of the presentation.

Once the diagnosis of factitious disease is made, treatment
is complex and challenging and requires a multidisciplinary
approach. Implicit comments regarding the nature of lesions
and asking the patient whether an injury has occurred
previously may be helpful although direct confrontation is
often ineffective. Psychological or psychiatric consultation
is essential to the success of treatment. According to Scha-
ffer et al. these patients often have a borderline personality
disorder and a stressful diathesis may be detected (31).
Effective management may require a team of clinicians in-
cluding oral health, medical, and mental health physicians.
We recommend that clinicians should consider factitious
disorder in the list of differential diagnosis for oral bullous
lesions even if it is pathologically suspected.
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