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Adenomatoid hyperplasia of lower lip
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Adenomatoid hyperplasia (AH) is an uncommon, non-neoplastic swelling on the palate caused due
to hyperplasia of the mucinous acini. The lesion clinically presents as a sessile tumor-like nodule
resembling pleomorphic adenoma. Histopathologic findings include lobules of enlarged mucinous
acini which are filled with secretory granules. The nuclei are squeezed to the basal portions,
associated with focal inflammation and ductal dilatation, and a history of trauma is often elicited.
Here, we report a rare case of AH of the lower lip in a 20-year-old male patient, which mimics a
mucous retention cyst or mucocele.
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INTRODUCTION

Adenomatoid hyperplasia (AH) is a non-neoplastic
enlargement of minor salivary glands. This unusual
entity was not well delineated in the literature until
described by Giansanti e a/ in 1971.[1 Clinically,
the lesion presents as an asymptomatic, firm, sessile
and nontender, nodular mass that is not ulcerated.??!
Very few cases of AH have been reported in the
literature and most of them were reported to be
located in the palate, with a frequency of 67 out of 72
cases as reported by Giansanti (2 cases), Arafat (10
cases), Buchner et al (40 cases) and Barret er al (20
cases).’® Other sites like buccal mucosa, upper lip,
retromolar region and lower lip were also found to
be affected. Previously, the lesion had been reported
as benign minor salivary gland hypertrophy, salivary
glandular hyperplasia, adenomatous hyperplasia of
minor salivary glands and AH.”" The condition has
been regarded as idiopathic, but the role of chronic
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trauma has been suggested. It is not associated with
factors causing major salivary gland enlargement.
The purpose of this report is to present a case of AH
of lower lip mucosa and to familiarize the clinicians
with this uncommon pathology of minor salivary
glands, which should be differentiated from other
non-neoplastic (mucocele) and neoplastic lesions
(adenoma) of minor salivary glands.

CASE REPORT

A 20-year-old male patient presented to P. M.
Nadagouda Memorial Dental College with the chief
complaint of painless soft tissue swelling in the lower
lip [Figure 1]. The history of present illness consisted
of the development of a swelling on the lower lip 6
months ago, which had gradually increased to the
present size of 2 cm. The patient gave a history of
associated trauma at the same region 1 year ago. On
clinical examination, a well-circumscribed, single,
oval, sessile, soft to firm and nontender swelling was
observed on the left side of labial mucosa of lower
lip. There was no associated pain and paraesthesia
and the color of the overlying mucosa was normal.
The clinical diagnosis of mucocele was rendered. The
treatment plan consisted of the surgical removal of
the lesion by placing a vertical incision, then splitting
the overlying mucosa and resecting the lesion from
the base to decrease the chances of reoccurrence.
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Sutures were placed and the excised lesion was sent
for histopathologic examination. The differential
diagnoses included lymphangioma, hemangioma, AH,
benign lymphoepithelial lesion and minor salivary
gland neoplasms.

At low power of OLYMPUS CX41 light microscope,
hematoxylin and eosin stained tissue section of 5
um thickness showed two large, well-circumscribed
lobules of normal appearing mucinous acini and
ducts with intervening connective tissue septae

[Figures 2 and 3]. Mucinous acini were larger than
normal and distended. The filled mucin showed a
bubbly appearance. Myoepithelial cells surrounding
the acini were also evident. No dysplastic features
were observed. Mild chronic inflammatory infiltration
was also noticed which consisted of plasma cells

Figure 1: A well-defined submucosal nodular swelling of lower
lip in a 20-year-old male patient

Figure 3: Dilated mu
peripheral myoepithelial cells. (Hematoxylin and Eosin stain
at 40x magnification)

and lymphocytes primarily. Mucicarmine stained
histopathologic section of the lesion showed
distended mucinous acini filled with mucin [Figure 4].
Mucicarmine stain helps in precise localization of
accumulated intracellular and extracellular mucin
content. The lesion healed without any complication,
and the patient was recalled after 6 months and
checked for recurrence of the lesion.

DISCUSSION

AH is an uncommon lesion of minor salivary glands.
The lesion has a predilection for the palatal region
and predisposition for males. The average age of
onset is reported to be 39 years in the previous series,
but Buchner et al reported a range of 7-79 years for

dilated mucinous acini. (Mucicarmine stain at 40x
magnification)
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this lesion.’! The clinical significance of this entity
lies in its presentation as salivary gland tumor, which
has resulted in the description of the lesion as “sheep
in wolf’s clothing”.!®! Clinically, the lesion appears to
be a circumscribed, sessile, soft to firm, palpable and
nontender mass. Due to its presence at the palatal site,
it can be misdiagnosed as benign or malignant salivary
gland tumor, primarily mucoepidermoid carcinoma,
or other soft tissue tumors like lymphangioma,
hemangioma and neurofibroma.’) Misinterpretation
could result in an inappropriate treatment. The present
case reported a soft tissue swelling in left lower lip
mucosa, which clinically appeared as a mucocele.
The history of trauma was also associated. Lower
lip is the most favorable site for the mucocele and it
generally represents itself with bluish surface, but not
all the time,'® as it was not present in our case where
the surface mucosa was normal.

Microscopically, normal appearing mucin filled
acini and intercalated ducts were found in lobular
arrangement supported by connective tissue septae.
Both glandular hyperplasia and hypertrophy were
present. Mucinous acini were large, crowded and
distended.®! Myoepithelial cells were located peripheral
to the mucinous acini and mild degree of chronic
inflammatory infiltrate was also evident. Barret and
Speight have reported focal fibrosis, another prominent
feature in their case series, which was absent in the
present case.l Mucin spillage was not seen in any
field that is considered as the hallmark of mucocele.
Simple adenoma consists of epithelial cells arranged in
various forms, i.e. ductal, tubular, cystic, trabecular or
basal cell adenomatous masses.[¥! All aforementioned
glandulo-epithelial features were missing in the present
case. Low-grade mucoepidermoid carcinoma had been
ruled out by the absence of sheets of epithelial cells
and intracellular epithelial mucin and also the site was
not favorable for mucoepidermoid carcinoma.l!

The etiological factor for this condition is unknown.
The causes for asymptomatic, noninflammatory, non-
neoplastic swellings of major salivary gland include

Announcement

endocrine disturbances, nutritional deficiencies, drugs
and neuropathies; none of these seems to involve in
the minor salivary glands enlargement. Buchner et a/,
suggested a probable role of chronic irritations like
local trauma, smoking and prosthesis in this reactive
hyperplasia. Our case also had a history of trauma to
the lower lip. The lesion is unlikely to be described as
hamartoma as it develops in people in their 30s.

CONCLUSION

AH of lower lip is a rare entity and should be
considered in the differential diagnosis of mucocele
and other non-neoplastic and neoplastic lesions of
minor salivary glands. The consideration of chronic
trauma in the etiology of this entity may be appealing
as histology marked the reactive hyperplasia of minor
salivary gland.
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