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Case Report

Lingua plicata in pustular psoriasis: a rare case report
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ABSTRACT

Lingua plicata also referred to as scrotal tongue, furrowed tongue, grooved tongue, and plicated tongue is a relatively
uncommon condition. It is characterized by multiple asymptomatic fissures or grooves over the tongue, resembling
the surface of the brain due to the appearance of sulci and gyri, hence, it has also been referred to as cerebriform
tongue. Despite being an asymptomatic condition, lingua plicata is a cause for concern as it can progress to secondary
complications due to trapping of food in the fissures. Lingua plicata has been reported in association with pemphigus
vegetans of the neumann variety and very rarely with other dermatological conditions such as psoriasis. Pustular
psoriasis is an uncommon form of Psoriasis that may be localized or generalized. Acute generalized pustular psoriasis
also known as Von Zumbusch disease, is a condition in which the patient characteristically shows features of toxicity,
high grade fever and acute generalized pustules over an erythematous base and may be associated with oral mucosal
changes in the form of erythema or geographic tongue. This case report describes a 33 year old male presenting with
generalized pustular psoriasis and lingua plicata. The patient was treated with intravenous steroids and oral acitretin
following which the psoriatic lesions and lingua plicata remitted.
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INTRODUCTION

Lingua plicata was first reported in patients of Neuman
type of pemphigus vegetans.! This is a rare form of
pemphigus, in which there is a progression of preexisting
lesions of pemphigus vulgaris into vegetative lesions,
involving intertriginous sites.” Other associations of
lingua plicata include Melkersson-Rosenthal syndrome,
Acrodermatitis continua of Hallopeau, Bazex-Dupre-
Christol syndrome, Cowden syndrome, Down syndrome
and Pachyonychia congenital.® Uncommonly, this benign,
asymptomatic condition may be a physiological finding
in healthy elderly individuals.* Lesions appear as furrows
over the dorsal and lateral aspect of the tongue. These
grooves become a store house for bacterial and fungal
microorganisms, leading to secondary infections,
halitosis, and focal glossitis.

Differential diagnoses of scrotal tongue are amyloid
infiltration, geographic tongue, lymphedema,
lymphangioma, macroglossia, mucosal neuroma, and
syphilitic glossitis.®> Generalized pustular psoriasis was
first described by Leo Ritter von Zumbusch in 1910, it is
a rare form of pustular psoriasis which begins as
generalized erythema, followed by yellow to white
colored sterile pustules, which eventually become
confluent. The pustular lesions resolve and result in
desquamation and further may precipitate erythroderma
due to extensive body surface area involvement.® It is a
highly debilitating condition and associated with high
grade fever, electrolyte imbalance, excessive loss of
protein from the body causing the patient to appear
severely toxic.® Commonly, acute generalized pustular
psoriasis can also involve the oral mucosa in the form of
geographic tongue or erythematous areas. Other variants
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of generalized pustular psoriasis include annular,
localized,  exanthematic  types, and  impetigo
herpetiformis.” Interestingly, there are no prior case
reports relating the presence of lingua plicata and pustular
psoriasis.

CASE REPORT

This is a report of a 33 year male that presented with the
chief complaint of generalized itching, redness, and
scaling over the body, in association with fever for one
month. The lesions began over bilateral dorsae of hands,
gradually extending to involve dorsae of feet, followed
by abdomen, back, buttocks, scalp, face, bilateral arms
and legs. Examination revealed the patient to be in
erythroderma, with generalized pustular lesions over an
erythematous base and scaly plaques (Figure 1) with only
relative sparing of the chest. The oral mucosa showed
presence of lingua plicata (Figure 2). No present or past
history of pain or erythema in the oral mucosa and no
history of any gastrointestinal disturbance. There was no
present or past history of scalp scaling. There was no past
history of similar lesions.

Figure 1: Generalized pustular lesions over an
erythematous base and scaly plaques.

Biopsy from the pustule over the abdomen revealed
hyperkeratosis, orthokeratosis, parakeratosis, munro’s
microabscesses. Biopsy from the dorsal aspect of tongue
revealed acanthosis and papillomatosis. Routine
investigations were carried out- complete blood count,
serum electrolytes, blood sugar, blood urea, serum
creatinine, liver function tests, and abdominal
ultrasonography, all of which were within normal limits.
The biopsy findings aided in the confirmation of the
diagnosis of pustular psoriasis.

Pyostomatitis vegetans was ruled out through history,
there was no associated bowel complaint, further ruling
out inflammatory bowel disease.

Figure 2: Lingua plicata.

The patient was treated with intravenous dexamethasone
4 mg twice a day and oral acitretin 25 mg twice a day
following which there was rapid and almost complete
clearance of cutaneous lesions and significant
improvement in lingua plicata within one week.

DISCUSSION

This case is being reported for its rarity, the association
of lingua plicata with acute generalized pustular psoriasis.
The presence of oral lesions in psoriasis itself has been
reported to be controversial and it is believed by some
that the oral mucosal changes may be independent of the
disease.® However, other investigators have come to a
definite conclusion that acute generalized pustular
psoriasis may have oral mucosal changes, which further
supports our findings. oral mucosal lesions that have been
reported in psoriasis include- benign migratory glossitis,
diffuse oral and tongue erythema, hairy tongue, rhomboid
glossitis, and depapillated tongue.® Lingua plicata is
generally benign and asymptomatic, however, due to the
presence of fissures, food lodge in to the grooves leading
to poor hygiene, secondary infections by bacterial and
fungal colonization, halitosis, and focal glossitis, further
leading to social embarrassment and psychological
distress for the patient.

Some cases of lingua plicata may spontaneously resolve,
although there is no definite treatment, prevention of
secondary complications is crucial. This may be done by
brushing of the dorsa of tongue and good oral hygiene.™
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