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Abstract

Pleomorphic adenoma (P A) is a benign salivary gland tumour characterized by cellular and architectural
pleomorphism presented as histological heterigenity with chondroid, myxoid or osseous components.
Lipomatous differentiation is a rarely observed in PA. Here we are presenting a case report of PA with
striking lipomatous differentitation, located in upper lip. Recognition of such rare subtype of PA is
important for clinical management. As it is located in upper lip should be considered for the differential

diagnosis of Adnexal tumour.
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Introduction

Salivary gland tumour constitute an influential
area in the field of the pathology .It is important
to recognize that neoplasms may arise not only
from major salivary glands but also from any of
the numerous, diffuse ,minor salivary glands.
Pleomorphic adenoma is most common salivary
gland neoplasm and represents 45 -75% of all
salivary gland tumours. Annual incidence is
approximately 2-3.5 cases per 10,000 population.
About 80% of pleomorphic adenomas arise in the
parotid gland, 10% in the submandibular gland,
and 10% in the minor salivary gland. Among

minor salivary glands accounts, hard palate is the
most common site approximately 50-60%,
followed by upper lip (15-20%) and buccal
mucosa (8-10%) *

Pleomorphic adenoma (PA) is the most common
salivary gland neoplasm and yet it has been
deemed to be the most difficult SGT in terms of
setting the descriptive criteria. Classically,
pleomorphic adenoma is characterized by
predominance of ductal ,myoepithelial cells along
with foci of chondro-myxoid and hyaline stromal
development®. It’s pleomorphism is chalked up to
the proliferation of basal and myoepithelial cells
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in a capricious stroma matrix of mucoid, myxoid,
cartilaginous or hyaline origin. Along with these
routine stromal components PA has been known
to show some unusual tissue differentiation in the
form of osseous, lipomatous and adnexal areas.’
Rarely , lipomatous change is seen in
pleomorphic adenoma of minor salivary gland. A
PA is designated as Lipomatous pleomorphic
adenoma (LPA) in presence of more than 90%
lipomatous stromal component.* We report one
such case of PA of upper lip which exhibited
extensive lipomatous metaplasia which is
extremely rare variant of pleomorphic adenoma
of minor salivary gland.

Case Report

A 30 year old male patient reported to the
Department of oral pathology and microbiology
with complain of painless swelling in the upper
lip since last 8 months. Past medical history was
not conclusive. Clinical examination revealed |,
small localized swelling in upper lip near the
philtrum more towards the skin and intra orally
presents as mucosal swelling, round to ovoid in
shape measuring approximately 2xlcm in size.
(fig 1 & 2). On palpation, the swelling was soft-
firm, nodular, well circumscribed, freely movable
and non-tender. A provisional clinical diagnosis of
minor salivary gland neoplasm was made with a
differential diagnosis of benign adnexal tumor.
Routine hematological investigations were within
normal limits .surgical excision was done with all
aseptic precautions.

On macroscopic examination, a lobulated, ovoid
mass measuring about 1.5 x 1 cm in diameter was
received. The cut surface of the resected lesion
was smooth and yellowish in color. (fig.4)
Histopathological finding showed a fibrous
connective tissue capsule partially enclosing the
lesional tissue and the lesional tissue was
composed of basal and myoepithelial cells
arranged in sheets, strands and nests. Stromal
tissue exhibited abundant adipose tissue.
Adipocytes were typically univacuolar and did not
show cellular atypia. Focal areas of myxo-

chondroid and hyaline deposition were also noted
(fig.5&6). Histopathology was consistent with
pleomorphic adenoma. Taking into consideration,
the extensive presence of adipose tissue, in
pleomorphic adenoma labeled as lipomatous
variant of pleomorphic adenoma was made.
Excision of the lesion had already been done and
the patients was followed up for 18 months
without any evidence of recurrence.

Fig: small round to ovoid swelling seen in the
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Discussion

Pleomorphic adenoma is the most common
neoplasm of minor salivary giands, and classically
consists of proliferation ductal and myoepithelial
cells in chondromyxoid stroma. Other stromal
components hyaline or fibrous stroma are found to
be rare. But extremely rare variant shows osseous
or lipomatous changes in the stroma. Pleomorphic
adenomas with an extensive lipomatous stromal
component are unusaland very rare histological
variant. There are very few reports in the
literature, shows pleomorphic adenoma with
lipomatous variants. Jamal Musayer et al reported
first case of lipomatous pleomorpic adenoma.’
The term lipomatous pleomorphic adenomawas
coined by Seifert et al. in 1999. Was described
by characterizing the tumour as atypical with
more than 90% of its area composed of adipose
components.® Various forms of lipomatous tissue
overtones within salivary glands have been
defined such as lipoma, interstitial lipomatosis,
lipoadenoma, oncocytic lipoadenoma,
sialolipoma, and lipomatous atrophy. Granting
that foci of adipose tissue are occasionally found
within the stroma of pleomorphic adenoma, such
an extensive replacement by adipose tissue like
the current case is quite an unusual finding.®
Seifert et al showed that the fat-containing
salivary gland tumors can be classified into two
main groups based on their histopathological
composition:  monophasic  true  adipocytic
neoplasms (lipoma and its variants) and hybrid

variants mixed with a variable fatty component.
Alternative acknowledged classification divides
fat-containing tumors and tumor-like lesions of
salivary glands into 4 categories
1. Fat containing epithelial/myoepithelial
tumors such as pleomorphic adenoma;
2. Mixed lipoepithelial tumors such as
sialolipoma;
3. True adipose tumors like lipoma;
4. Fat-containing tumor-like salivary gland
lesions in which diffuse lipomatosis falls.’
Sialolipoma is a benign tumour consisting of
adipose tissue admixed with variable amount of
adenomatous gland .The tumour present as usually
slowly growing mass involving major salivary
gland. sialolipoma composed adipose cells and
proliferated glandular tissue.
Two possible mechanisms for histogenesis of
LPA are suggested-
First doctrine states that the myoepithelial cells
shows transformation to adipocytes. Pleomorphic
adenoma is also termed as mixed tumor which
composes of both epithelial and mesenchymal
tissue components. These mesenchymal tissues
may be produced by modified Myoepithelial cells
which also have great potential to undergo
metaplasia. The second revolves around possible
entrapment of fat tissue within the growing
tumor.*
The demographic data pertaining to LPA is scanty
owing to its rare occurrence. Jamal et al in their
case report have recounted mean age for reported
cases, and also including our case to be 37.83
years. The gender distribution is 2:1, in favour of
female population. Commonly involved site is
major salivary gland and in only 10% cases show
involvement of minor salivary gland. Hard palate
is the most frequently reported site for LPA of
minor salivary gland. Our case presents upper lip
involvement which is an unusual location for
LPA. For clinical differential diagnosis adnexal
tumour is considered. Lipoma was also thought as
one of the tumour for differential diagnosis.
Another salivary gland tumour that is associated
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with adipose tissue is the lipoadenoma or
sialolipoma. It is a well circumscribed tumour that
may be encapsulated and consist of adipose tissue
and glandular elements including ductal, acinar,
basal, and Myoepithelial cells, closely resembling
normal salivary gland tissue. Although these
tumour  have both adipose component and
epithelial elements, they differ in lipoadenomas
lack the abnormal  Myoepithelial cells,
chondromyxoid stroma, and mesenchymal
metaplasia.? .Spindle cell lipoma also considered
in the differential diagnosis of a spindle cell
lesion showing prominent lipocytic component .
spindle cell lipomas may be distinguished from
Myoepithelial lesions by their characteristic ropy
collagen and an inflammatory infiltrate including
large number of mast cells. Another condition
such as lipomatousatropy , a condition associated
with old age considered as one of the
differentiating lesion. In this condition no true
mass or capsule is present , but normal salivary
structure are intermixed with adipose tissue.In
present case, upper lip is the site invoivement,
therefore differentiated from the other lesions
such as adenexal tumour (chondrosyringoma).

Microscopically, presence of metachromatically
stained chondromyxoid stroma and
epithelial/myoepithelial component indicative of
PA is mandatory. Alternative stains such as
Romanowsky type and alcohol-fixed dyes, could
be applied to aid in differential diagnosis. Painless
swelling in upper lip, should be clinically
differentiated from the other lesions commonly
occurring in that area such aslipoma, fibroma,
mucocele, adnexal tumours  such as
chondroidsyringoma. Chondroidsyringoma of skin
is essentially identical to some of mixed tumour.
Chondroidsyringoma are composed of both
epithelial and mesenchymal components with
sweat gland elements set in a cartiligenous
stroma.  Literature review suggests that five
histological ~ criteria  for  diagnosis  of
chondromyxoid syringoma 1) nests of cuboidal
cells 2)intercommunicating tubuloalveolar
structures lined with two or more rows of

cuboidal cells 3) ductal structures composed of
one or two rows of cuboidal cells 4) occasional
keratinous cysts 5) a matrix of varying
composition .chondroidsyringomas may have all
five  characteristics or manifest only some.
Chondroidsyringoma share similarities  with
pleomorphic adenomas ,but thought to be arise
from sweat glands.'®

Conclusion

Pathologist should be aware of this rare variant of
pleomorphic adenoma. As the site of the lesion in
the present case is upper lip near philtrum, may
mimick for the adenaxal tumours. Treatment
modality is being same for the all variants of
pleomorphic adenoma. Literature reveals that high
recurrence 8-45% in pleomorphic adenoma. But
the lipomatous variant does not show any
recurrence. This rare subtype of pleomorphic
adenoma must be known to pathologist in order to
establish differential diagnosis, proper treatment
modality related with this rare variant of
plemorphic adenoma.
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