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Abstract: Background: Acantholytic acanthoma is a rare benign condition of the skin, commonly solitary, with
keratotic surface and a papular or nodular appearance, it is typically asymptomatic, and affects most frequently the trunk.
Main observations: In this manuscript we describe an extraordinary case of an acantholytic acanthoma associated to
fibrous hyperplasia involving the oral mucosa. Conclusions: We present an exceptional case; to our knowledge, no cases
of acantholytic acanthoma affecting oral mucosal membranes have been previously reported in the literature.
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INTRODUCTION

Acantholytic acanthoma is a rare benign condition in which acantholysis of squamous epithelium is the most
remarkable histological feature [1]. This tumor has previously been reported as an entity that exclusively affects the skin
[1-4]. Thus, the purpose of this paper was to describe an unusual acantholytic acanthoma located in the mouth, this case
was seen at a national dermatology referral center in Mexico City.

CASE REPORT

A 44 year-old woman was seen at the Oral Pathology Department of the Centro Dermatoldgico “Dr. Ladislao de
la Pascua” in February 2012, due to the presence of a small asymptomatic nodule on the tongue, first noticed on
December 2009. The lesion was initially excised by a general physician on May 2011 and previously diagnosed
microscopically as fibrous hyperplasia. The patient described that the lesion recurred shortly after the biopsy, the lesion
had the same clinical features than the previous one, but it grew faster.

At oral examination, a single asymptomatic, soft nodule (sized 5x5x4 mm) on the tip of the tongue, covered by
normal mucosa was observed (Fig.1A & B). Medical history of patient and her family was unremarkable. The lesion was
completely excised.

The specimen was fixed in formalin, processed with hematoxylin and eosin staining, and submitted to
histopathological examination, which revealed hyperkeratosis of the epithelium with a prominent acantholysis involving
all its layers, as well as papillomatosis, mild perivascular lymphocytic infiltrate and slight fibrosis of connective tissue
(Fig. 2A-C). The diagnosis of acantholytic acanthoma was established. After two years of follow-up, no recurrence of the
lesion was observed (Fig.1C).

Copyright © 2021 The Author(s): This is an open-access article distributed under the terms of the Creative Commons Attribution
4.0 International License (CC BY-NC 4.0) which permits unrestricted use, distribution, and reproduction in any medium for non-
commercial use provided the original author and source are credited.
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Figure 1B: Close up profile of a pedunculated nodule with smooth surface on tip of the tongue

Figure 1C: Clinical image two years after surgery. Note the clinically normal aspect of the tongue surface
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Figure 2A: Panoramic view of the fnbrous hyperp asia with para eratosis and hyperkeratosw & acantholysis of
the epithelium (Hematoxylin and eosin stain, 4x)

Figure 2C: High power view of the acantholytlc ceIIs in the stratum spmosum of the epithelium (Hematoxylin and
eosin stain, 40x)

DiscussioN

Acantholytic acanthoma is a cutaneous
condition, described in 31 subjects by Michael
Brownstein in 1988 [1]. Most of the cases were seen in
patients over 50 years and they were slightly more
frequent in males (ratio 2:1). Until now, 36 cases have

been  reported, including a case in an
immunosuppressed patient [3-5] and two patients with
cutaneous malignant neoplasms [3, 5].

The tumour affects most commonly the trunk,
but other anatomical sites such as limbs and neck can be
involved [1]. To our knowledge, no reports of
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acantholytic acanthoma affecting the mouth have been
described. Thus, this is the first reported case of
acantholytic acanthoma located in oral mucosa.

The etiology and pathogenesis of acantholytic
acanthoma are unknown; but a traumatic origin has
been proposed. In this case, the lesion developed in a
highly traumatic intraoral location with history of
previous local surgery trauma when first removed,
however, if frictional forces were the cause of
acantholytic acanthoma, this condition should be
observed with certain frequency in mouth mucosa,
while this site supports trauma constantly. Another
hypothesis suggests the role of decreased immune
surveillance, due to a case with multiple lesions in an
immunocompromised patient [4] and in cancer subjects
[3, 5]. In our patient, no immunosuppression was
documented.

Acantholytic acanthoma is commonly a
solitary, hyperkeratotic and occasional crusting
cutaneous tumor, with papular appearance, usually
asymptomatic; also, a molluscum contagiosum-like
presentation due to central umbilication has been noted
[2, 6]. The differential diagnosis of acantholytic
acanthoma in skin includes seborrheic keratosis, actinic
keratosis, basal cell carcinomas [1]. In this case, fibrous
hyperplasia, granular cell tumour, focal epithelial
hyperplasia, among other diagnoses, should be
considered in the mouth. Histologically, prominent
acantholysis of the epidermis is the hallmark of
acantholytic acanthoma and should exclude other
conditions such as pemphigus, Grover’s disease,
Hailey-Hailey disease, and stain artifact, predominantly
[1, 6-8].

Oral fibrous hyperplasia is a very common
intraoral lesion, mainly located on the tongue. The
lesion typically presents as a smooth-surfaced nodule
that is similar in color to the surrounding mucosa and it
is usually asymptomatic. Occasionally, the surface of
fibrous hyperplasia is covered by a whitish plaque of
hyperkeratosis, due to persistent trauma. Most lesions
of fibrous hyperplasia are sessile, although some are
pedunculated. Our case of acantholytic acanthoma on
the tip of the tongue was clinically indistinguishable
from lingual fibrous hyperplasia; in fact, this was our
original presumptive diagnosis previous to microscopic
examination. Moreover, the histological diagnosis of
the first removed lesion was fibrous hyperplasia. In the
second developed lesion, the striking finding was the
presence of acantholytic acanthoma on a fibrous
hyperplasia.

Some cases of fibrous hyperplasia in the
mouth are frequently diagnosed only on a clinical basis
and are not removed, mainly due to absence of
symptoms and benign behavior; also, when tissue is
removed, material is frequently not submitted to
histopathological examination and this is a common
practice among dentistry. Our case remarks the
significant importance of microscopic examination of
every excised lesion.

CONCLUSIONS

This is a rare case of acantholytic acanthoma
in mouth mucosa associated with fibrous hyperplasia.
This case underlines the relevance of microscopic study
and opens the possibility of considering mouth as a site
for such lesion.
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