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Pleomorphic adenoma of lip: An uncommon case presentation
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Introduction

Salivary gland neoplasms are infrequent, with a worldwide 
annual incidence of 1.0–6.5 cases per 100,000 people [1]. Al-
though pleomorphic adenoma (PA) is the commonest amongst 
the benign salivary gland tumors [2] and makes half of all sali-
vary gland tumors [3]. Extra-orally, the parotid gland is the most 
frequent site, while intraorally, the palate is the commonest 
site among the minor salivary glands [3,4]. Lips involvement 
in PA are rare, and their diagnosis requires vast knowledge of 
cell diversity, tissue structure, and morphology [1]. Here, we 
present a case of 39 years old gentle man who presented with 

complain of right upper lip gradual swelling since last two years. 
The lesion was excised, and histopathology revealed it to be 
pleomorphic adenoma. Pleomorphic adenoma of lip should be 
a differential of labial swellings. Long-term follow-ups are rec-
ommended considering chances of recurrence [4].

Case report

In the outpatient clinic at our medical centre, a gentleman 
with 39 year old complain of painless, gradually progressive 
swelling on right side of upper lip for approximately last 2-years 
(Figure 1) and without any other presenting complain. Patient 
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had no traumatic history to the site with previous medical and 
surgical history was not significant. On examination the swell-
ing was well- demarcated, smooth, firm, mobile and non-tender 
with intact overlying skin and labial mucosa. The swelling was 
present on right upper lip and approximately 3 cm in diameter. 
There was no cervical lymphadenopathy with rest of examina-
tion unremarkable differential diagnosis was made of lipoma 
and sebaceous cyst.

Surgical was performed in local anesthesia with infiltration 
of injection 2% lignocaine with adrenaline 1:100000 in labial 
mucosa and skin around the lobular swelling. Upper lip was re-
tracted upward, and transverse mucosal incision was given on 
area midline of swelling. Mucosal flap was raised, and the entire 
swelling was excised trans orally with breaching the overlying 
skin. Homeostasis was secured and incision closed by vicryl 3.0 
sutures. The surgically removed lesion was yellowish, oval, mul-
tinodular, and firm in consistency measuring 15 mm in greatest 
diameter (Figure 2). Postsurgical recovery was without any com-
plications and discharged on routine medications in evening on 
same day one week follow-up advised. He was then advised 3 
monthly follow-ups for couple of years.

Figure 1: Swelling on right side of upper lip.

Figure 2: Surgically removed cyst.

Histological analysis

Microscopic examination revealed a circumscribed, encap-
sulated, biphasic neoplasm composed of stromal and epithe-
lial components. The epithelial component was arranged in the 
form of tubules and nests surrounded by sheets and nests of 
myoepithelial cells. The stroma was myxoid and focally showed 
cartilaginous differentiation. No evidence of malignancy was 
seen. Hence, the diagnosis of Pleomorphic adenoma was made. 
Minor salivary gland tissue was also present at the periphery. 
Tumor was almost reaching the closest peripheral margin of ex-
cision (Figure 3).

Figure 3: Histology description (A) PA shows with a lobulated 
growth pattern. The tubular and acinar structures formed by the 
epithelial component are admixed with myoepithelial cells (B) PA 
with admixture of all three components epithelial, myoepithelial 
and stromal components (C) Epithelial cells forming anastomosing 
cords and tubular structures.

Discussion

Pleomorphic adenoma (PA) is benign mixed tumor, of the 
salivary gland and mainly present in the parotid gland. PA in mi-
nor salivary glands is approximately 60%-65%, of all tumors of 
salivary gland tumors [5]. The commonest site amongst minor 
salivary gland PA is the region of palate. Our patient presented 
was a case of lip PA, an uncommon site. Previous predilection 
showed no prevalence of age in polymorphic adenomas though 
common in females [3] but ours was a case of male patient. The 
incidence of PA in lip is found to peak in 3rd or 4th decade of 
life, whereas our patient was of 39 years old.

Previous literature has demonstrated higher involvement of 
lower lip than upper lip by PA with ratio of 1:6. It is also observed 
that there is propensity that lesion on lower lip are usually ma-
lignant and are benign on upper lip. This observation is likely a 
result of difference in embryological development of lips. The 
Lip lesions are usually painless, well circumscribed, multinodu-
lar, sessile, rubbery, firm and freely mobile mass. There is hardly 
involvement of overlying skin in terms of fixation or ulceration. 
The lesion appears as asymmetrical bump on lip with slow 
gradual growth. Clinical differentials are sebaceous adenoma, 
lipoma, canicular adenoma and various salivary gland tumors. 
On histological analysis canalicular adenoma differs from PA by 
lack of chondroid and myxoid matrix and presence intratumoral 
nodules and tumor budding.

Histopathologically, PA of the lip presents as a morphologi-
cally complicated condition with epithelium and myoepithelial 
cells distributed in diverse patterns and embedded in mucopoly-
saccharide stroma, similar to PA of other sites [4]. Typically, the 
epithelial component is arranged in sheets or ductal structures 
which are lined by cuboidal shaped cells and the lumen may 
contain secretory material. The epithelial component is sur-
rounded by spindle, polygonal or clear myoepithelial cells which 
are arranged in sheets, nests and aggregates. The mesenchymal 
component comprised of bland spindle cells and hyalinized, 
myxoid/mucoid or cartilaginous stroma, which is thought to be 
produced by myoepithelial cells. The mesenchymal component 
may predominate in some cases [6]. Immunohistochemistry is 
of very limited value for ruling out the differential diagnoses. 
Nevertheless, the epithelial cells demonstrate positivity for cy-
tokeratins 3, 6, 10, 11, 13 and 16. In addition, the myoepithelial 
cells variably stain positive for cytokeratins 5/6, 13, 14 and 16 
and pan-cytokeratin as well as, myoepithelial mark ers such as 
alpha smooth muscle actin, p63, S100 and GFAP. Surgical exci-
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sion with clear margins is treatment of choice for PA. An incom-
plete of resection, local disease recurrence might be caused by 
incomplete resection, capsule fracture, or tumor spillage [7]. 
Carcinoma ex PA is a malignant condition with aggressive na-
ture that arises from PA that is untreated [8]. However, labial PA 
have rarely been reported  but perhaps as a conspicuous area 
effecting cosmetics. In this case, complete excision of the lesion 
via incision labial mucosa and skin around the lobular swelling 
was performed. The lesion was released from the entire swell-
ing trans orally with breaching the overlying skin and the mass 
appeared to be fully encapsulated. After 4 weeks post-operative 
follow-up showed wound healing (Figure 4). Pleomorphic ad-
enoma of lip should be a differential of labial swellings. Due to 
the likelihood of recurrence, long-term follow-up is advised by 
surgeons [4]. 

Figure 3: Post-operative Follow-Up.

Conclusion

To summarize, PA of the lips are particularly unusual but a cli-
nician must have high index of suspicion and should consider PA 
as a differentials, unlike other benign lesions of lip have tenden-
cy to recur and malignant transformation. It is recommended to 
excise widely but chances to recur even after several years and 
therefore long-term follow-up is important.
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