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ABSTRACT

The aim of this report is to describe the lichen planus on the oral mucosa in the bullous variant of the disease. It is
often misdiagnosed with other mucosa disorders (allergies, bullous dermatosis). A 37-year-old-female patient pre-
sented for oral mucosa painful lesions of 3 months duration. A microscopic examination of the lesional areas was
consistent with the diagnosis of oral lichen planus and direct immunofluorescence confirmed it. This case showed
that although a rare condition the variant of bullous lichen planus can be encountered in daily clinical practice.
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BACKGROUND

Oral lichen planus (OLP) is a chronic autoim-
mune disease with an incidence of 0.98% in the gen-
eral population [1]. The disease affects middle-aged
patients and slightly more women [2,3]. Unlike skin
lesions, oral lesions have a chronic evolution with
symptomatic periods during patients’ lifetimes. The
diagnosis for oral lesions is based on the clinical cri-
teria or by both clinical criteria and histological ex-
amination [4].

The OLP etiology is unclear yet. Stress, systemic
medication, dental materials, chronic liver diseases,
diabetes, other autoimmune diseases are predispos-
ing factors. Cell mediated immunity with CD4+,
CD8+ T cells, natural killer cells, mast cells trigger
and induce apoptosis in oral keratinocytes [5].

There are six clinical variants of OLP: reticular,
papular, plaque, atrophic, erosive and bullous [5].
The reticular form is more common and presents
with white stria. The atrophic variant presents red
areas with or without white stria. The erosive vari-
ant shows erosions, atrophy and white stria. The
plaque and papular types have only white lesions
with different aspects. The bullous variant shows
ulcers resulting from the rupture of bulla surround-
ed by other types of lesions [4]. In OLP the lesions
are located on buccal mucosa, dorsal tongue and
gingiva [4]. The lesions(white stria, plaques, ero-
sions, atrophy, ulcers and bullae) are usually multi-
ple, polymorphic and most of the cases have bilater-
al involvement. Symptoms vary from mild
discomfort to burning sensation or pain and are
correlated with the lesions type and severity.
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The OLP histological features are characterized
by hyperparakeratosis, hyperorthokeratosis, atro-
phy, acanthosis, Civatte bodies, basal cell hydropic
vacuolation, saw-tooth rete ridges, a band-like lym-
phocytic infiltrate in the lamina propria [5]. It also
rules out the presence of oral dysplasia and has dis-
tinctive characteristics from oral lichenoid lesions.

Direct immunofluorescence is an adjuvant in-
vestigation which strengthens the diagnosis of oral
lichen planus. Deposits of fibrinogen in the base-
ment membrane region and no immunoglobulins
and complement are the characteristic patterns in
OLP [5].

CASE PRESENTATION

A 37-years-old Caucasian female patient present-
ed with the chief complaint of painful lesions on the
oral mucosa. She reported that the lesions devel-
oped in the last 4 months and had noticed some bul-
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lae which turned to painful ulcers. Since the onset of
the lesions, the patient was recommended a topical
ointment with A and E vitamins with no improve-
ment of the symptoms or the lesions. The patient was
a non-smoker and worked as a medical nurse with a
high level of psychological stress. No cutaneous or
genital lesions were reported by the patient.

The patient’s personal medical history revealed
depression, gastroesophageal reflux disease and
Hashimoto’s thyroiditis with hypothyroidism. All
the associated diseases were under treatment.

During the oral clinical examination, we ob-
served keratosis-white lesions, erosions and ulcers
affecting different areas of the oral cavity, with pos-
itive Nikolsky sign (Figure 1). On the left buccal mu-
cosa the white lesions associated a small ulcer. Des-
quamative gingivitis was present on the vestibular
upper and lower gingiva and affected mainly the
interdental papillae (atrophy, keratosis and ulcers).

FIGURE 1. Intraoral photographs showing multiple
keratotic lesions on bilateral buccal mucosa,
desquamative gingivitis of the upper and lower gingiva,
ulcerative lesions on the ventral tongue
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The routine hematological investigations were
in the normal range. An additional evaluation of the
suspicion of oral candidiasis revealed no fungal su-
perimposed infection.

We considered the differential diagnosis of auto-
immune bullous dermatosis (pemphigus or pem-
phigoid), lichenoid reaction and lichen planus. A
gingival biopsy of the lesional area was performed
and we asked for both anatomopathological exami-
nation and direct immunofluorescence evaluation.

The histopathological examination revealed epi-
thelium with hyperorthokeratosis, hypergranulosis,
acantosis, and elongated epithelial ridges, and in
the connective tissue a chronic band-like inflamma-
tory infiltrate predominantly lymphocytic sugges-
tive for oral lichen planus (Figure 2).
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The direct immunofluorescence evaluation was
negative for immunoglobulin A, immunoglobulin G
and complement. Rare deposits of immunoglobulin
M( IgM) were observed under the basal membrane.
The fibrinogen was intensely present with the gran-
ular pattern in the basal membrane area (Figure 3).

DISCUSSION

An appropriate diagnosis of oral lichen planus
can raise difficulties if clinical features are not very
typical. The usual clinical aspect of the Wickham
striae was not encountered in the present case. But
the erosions and ulcers causing pain and discom-
fort determined the patient to seek diagnosis. Des-
quamative gingivitis is a clinical descriptive term

FIGURE 2 A,B. Histopathological findings. Hematoxylin-eosin staining. A: Epithelial hyperkeratosis,
acanthosis and hypergranulosis and in the lamina propria a band-like inflammatory infiltrate
predominantly lymphocytic(original magnification x100) B: Detail of the basal membrane area with
a Civatte body and dense lymphocytic infiltrate(original magnification x400).

IgM

Fibrinogen

FIGURE 3. Direct immunofluorescence showed rare deposits of IgM under the basal membrane and intense and granular

fibrinogen in the basal membrane
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for gingival lesions in autoimmune diseases such as
OLP or bullous dermatosis. It is not a diagnosis but
when present, it suggests that the histopathological
examination should be accompanied by direct im-
munofluorescence evaluation. Nikolsky sign posi-
tive and the patient’s observations of previous oral
bullae were useful hints for this investigation.

The reported case associated another general
autoimmune disease — Hashimoto’s thyroiditis.

A recent cross-sectional study on OLP and thy-
roid diseases determined that Hashimoto’s thyroid-
itis prevalence is significantly higher in OLP pa-
tients when compared to the general population [6].
Some authors consider that both diseases have as a
common pathogenesis the predominance of T cells
inflammation [7].

Direct immunofluorescence, although not spe-
cific for OLP, has the scope to determine the location
of the autoimmune process in the tissue and to dif-
ferentiate between different types of bullous diseas-
es [1]. There are cases in which the gingival involve-
ment entitled desquamative gingivitis may be the

REFERENCES

1. LiC, Tang X, Zheng X, et al. Global Prevalence and Incidence Estimates
of Oral Lichen Planus: A Systematic Review and Meta-analysis. JAMA
Dermatol. 2020;156(2):172-181.

2. Bofiar-Alvarez P, Pérez Sayans M, Garcia-Garcia A, et al. Correlation
between clinical and pathological features of oral lichen planus: A
retrospective observational study. Medicine (Baltimore). 2019;
98(8):e14614.

3. Carrozzo M, Porter S, Mercadante V, Fedele S. Oral lichen planus: A
disease or a spectrum of tissue reactions? Types, causes, diagnostic
algorhythms, prognosis, management strategies. Periodontol 2000.
2019;80(1):105-125.

4. Ismail SB, Kumar SK, Zain RB. Oral lichen planus and lichenoid
reactions: etiopathogenesis, diagnosis, management and malignant
transformation. J Oral Sci. 2007;49(2):89-106.

235

only clinical manifestation. Thus direct immunoflu-
orescence is the key investigation to clear the differ-
ential diagnosis. In the reported case, the direct im-
munofluorescence reinforced the diagnosis.

The OLP treatment intends to reduce the symp-
toms, heal the lesions and avoid dysplastic epitheli-
al changes. The reported patient was recommended
a topical cream formula with a moderate corticos-
teroid and close follow-up.

CONCLUSIONS

The present case report emphasizes that diag-
nosing a bullous oral lichen planus case can be a
challenge for oral healthcare professionals. A de-
tailed anamnesis and a thorough clinical examina-
tion are the starting point for the accurate diagno-
sis.
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