Case Report

ABSTRACT

Adenoid squamous cell carcinoma is a rare variant of squamous cell carcinoma. It is mainly reported in the sun-exposed areas of the head and
neck. In literature, adenoid variants of squamous cell carcinoma are reported in the lip and tongue. Documented cases of buccal mucosa are
very few. In this case report, we describe an adenoid variant of squamous cell carcinoma, which is an unusual presentation of a rare carcinoma.
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Adenoid squamous cell carcinoma (ASCC) is a rare variant of
squamous cell carcinoma. It accounts for about 2—4% reported
cases of squamous cell carcinoma.l'? It is widely accepted
as an uncommon, distinctive histological variant. It was first
documented in literature by Lever in sweat glands and is called
adeno acanthoma.!" Microscopically, they show an adenoid
pattern and hence are called pseudoglandular squamous
cell carcinoma. Owing to its glandular pattern, Muller!
introduced the term Adenoid squamous cell carcinoma.
This condition is often observed in sun-exposed areas of
the head and neck.™ It was first considered to develop from
the sweat glands, but later on, cases on the oral cavity and
oropharynx that are not exposed to sunlight and have no
adnexal apparatus of the skin are documented.!"! Adenoid
squamous cell carcinoma variety shows more recurrence and
metastatic potential than the classical variety of squamous
cell carcinoma (SCC).

A 61-year-old gentleman reported to our outpatient
department with the chief complaint of non-healing
ulceration in the right and left side of his mouth for
9 months. Three months after ulceration developed on the
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left side too. The ulceration was first noted on the right
side. Patient had deleterious habit of cigarette smoking for
twenty years with occasional alcoholism. Medical history
was unremarkable and the review of his systems appeared
normal.

On examination ulcero-proliferative erythematous lesion
of 1.5 cm X 1 cm was present on the right buccal mucosa
near the retromolar area. The lesion showed peripheral
induration and was tender on palpation. There was also pain
during mouth opening on the right side. The left side buccal
mucosa near the vestibular area of 27, 28 area showed a
heterogeneous white lesion with central ulceration of size
0.5 cm X 0.5 cm [Figures 1 and 2].
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A complete blood examination was done and all the
parameters were within normal limits.

Excisional biopsy was performed for the lesion in relation to
the left buccal mucosa and incisional biopsy was performed
on the right side and both samples were fixed in 10% formalin
and were sent for histopathological examination.

(1) Right side

The section showed non-keratinized stratified squamous
epithelium showing suprabasilar clefting with acantholytic cells.
The connective tissue showed invading epithelium in the
form of islands, sheets, and adenoid pattern is noticed. The
underlying connective tissue was moderately collagenous and
vascular. The microscopic findings were suggestive of adenoid
squamous cell carcinoma [Figures 3 and 4].

(2) Left side

The sections showed connective tissue, which was moderately
collagenous and vascular. An overlying epithelium was not
seen. The connective tissue showed the invading epithelium
in the form of islands. The margins showed adequate
clearance from the tumor. The histopathologic findings were
suggestive of squamous cell carcinoma.

The patient was referred to our oncosurgery department for
further management. But unfortunately, due to the financial
constraints, patient was not willing for further treatment and
the follow-up was lost.

Adenoid squamous cell carcinoma is an uncommon,
distinctive histological variant of squamous cell carcinoma.!
Due to its psuedoglandular or psuedoluminal appearance, it
is called adenoid squamous cell carcinoma. Even thoughit’s a
rare malignancy, about 45 cases are reported in the available
literature [Table 1] (excluding our case). Some of the
important documented case reports are listed in Table 1. Of
these documented cases, majority of the cases are reported
in the lower lip. Reported cases in buccal mucosa are very
few.l"l This makes our case report exceptional.

It was originally described by Lever in 1947. This variant is
produced because of acantholysis and degeneration within
islands of squamous cell carcinoma. The result is a pseudoadeno
carcinomatous appearance, but there is no evidence of
glandular differentiation or of secretory activity or products.!*®!

Adenoid squamous cell carcinoma is reported to occur as early
as 20 years of age. But according to documented evidence by
Johnson and Helwig, nearly 75% patients were 50 years of age
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Reference Year
Gerughty et al.l® 1968
Jacoway et al.l" 1971
Lasser et al.® 1974
Goldman et al.”¥ 1977
Takagi et a/."” 1977
Caya et al.l"" 1985
Jones et al."? 1993
Blackburn et al.'*! 1999
Zidar et al."¥ 2006
Driemel et al.!"™! 2008
Yeoh et al.l"® 2012
Donthi et al.l'" 2014
Chandrakala et al.l" 2018

or older. In their series, only 98% patients were males. Hence,
ASCC shows obvious male predilection.'” They are mainly
seen in the sun-exposed areas of the head and neck (93%)."”!
The lesions on the skin appear as simply elevated nodules
that may show crusting, scaling, or ulceration. Sometimes,
there is an elevated or rolled border to the lesion. Intraoral
lesions are rare. Sivapathasundharam B and Rohini S are
credited to report the first case from India.!"®! They reported
four cases that occurred in gingiva. Out of these four cases,
three of these lesions behaved in a very aggressive fashion,
metastasized in at least two instances and the patient died
in all three cases because of the tumor. Because of the
aggressive nature of the lesions, these intraoral cases may
not be identical to those of the skin and lips.

There is a proliferation of surface dysplastic epithelium into
the connective tissue as in a typical epidermoid carcinoma.
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Site Number of cases reported
Nasal, oral, and laryngeal Cavities 10 cases
Oral labial mucosa 15 cases
Uvula 1 case
First reported case of ASCC in tongue 1 case
Maxillary Gingiva 2 cases
Lateral part of Tongue

Lip 1 case
Floor of the mouth 2 cases
Lower Lip

Upper lip 1 case
Buccal Mucosa* 2 cases
Floor of mouth

Tongue 2 cases
Floor of mouth

Buccal Mucosa* 1 case
Tongue 1 case
Mandibular alveolar ridge 1 case

However, the lateral or deep extensions of this epithelium
show the characteristic solid and tubular ductal structures,
which typify the lesion. These duct-like structures are lined
by a layer of cuboidal cells and often contain or enclose
acantholytic or dyskeratotic cells.

Adenoid squamous cell carcinoma is generally treated by
surgical excision. On only rare occasions does it metastasize
or cause death of the patient. The biological behavior and
prognosis of ASCC are debatable. Recurrence is relatively
common (38% in the series of lip lesions reported by Jacoway
and his coworkers,” although it is possible that some of
these may have been the second lesions, since multiple
adenoid squamous cell carcinomas in the same patient often
occur).”" According to Chandrakala and associates, the cases
reported so far on lips (vermillion) have a good prognosis
with no evidence of metastasis and recurrence. This can
be correlated with their location, easily identifiable area,
which helps to diagnose the disease at the earliest so that
treatment can be done immediately. However, according
to Sivapathasundharam B and Rohini S, cases reported in
gingival showed aggressive behavior and obvious malignant
potential. According to Driemel and coworkers,™ laminin-5
is a biological indicator of the unfavorable prognosis of ASCC.

Adenoid squamous cell carcinomas should be distinguished
from certain salivary neoplasms that may occur on
the floor of the tongue, particularly adenoid cystic
carcinomas (cylindroma) and mucoepidermoid carcinomas.”"!
The lesion resembles the former only semantically; although
cutaneous examples of adenoid squamous carcinoma may
contain a small amount of intraluminal hyaluronic acid, the
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presence of vacuolated, mucin-producing cells and true
glandular structures in mucoepidermoid carcinoma should
help differentiate it from adenoid squamous cell carcinoma.
Oral ASCC must also be differentiated from adenosquamous
carcinoma, which is a rare combination of adeno-carcinoma
and SCC. Adenoid squamous cell carcinoma produces
luminal mucous that can be stained with mucicarmine.?"!
Angiosarcoma-like SCCs are also similar to ASCC histologically.
Immune histochemical analysis angiosarcoma-like SCC
expresses Fli-1 protein, which is an endothelial-differentiating
marker. Fli-1 protein is negative in ASCC14.

Adenoid squamous cell carcinoma is a rare variant of
squamous cell carcinoma with features of adenoid pattern.
Since there are only a few reported cases, the exact biological
behavior and prognosis of this variant is not conclusive.
However, most of the pathologists agree that ASCC variety
shows more recurrence and metastatic potential than the
classical variety of SCC. Hence, aggressive treatment and
regular follow-up is mandatory.

The authors certify that they have obtained all appropriate
patient consent forms. In the form, the patient has given
his consent for his images and other clinical information
to be reported in the journal. The patient understands that
his name and initials will not be published and due efforts
will be made to conceal identity, but anonymity cannot be
guaranteed.
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