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Pleomorphic Adenoma of Three Different 
Sites: a Consecutive Case Series
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Background: Pleomorphic adenomas are benign salivary gland tumors predominantly arising from the superficial 
lobe of the parotid gland and rarely from the small salivary glands located at various locations including parotid, 
lacrimal duct, lip, floor of the mouth etc. Surgical excision of the tumor mass is the treatment of choice with utmost 
care taken to preserve the facial nerve in cases involving the parotid gland. Case details: This case series highlights 
three consecutive cases of pleomorphic adenoma arising from three different locations. Conclusion: Pleomorphic 
adenoma is the commonest salivary gland tumor characterized by diverse histomorphological features and can 
occur at any site where salivary tissue is present. Careful histopathological analysis should be done in all tumors 
arising especially in the head and neck region. 
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INTRODUCTION

Pleomorphic adenoma (PA), also known as benign mi-
xed tumor, is the most common type among benign 
tumors of salivary glands and majority of them arise 
in the parotid gland followed by the submandibular 
gland. Only 10% of the PAs originate from the small 
salivary glands, and can develop at any site where these 
glands are located, including the palate, upper lip, floor 
of the mouth, lacrimal gland, larynx, and trachea1-3.

In this case series we report three consecutive ca-
ses of pleomorphic adenoma diagnosed at our hospital, 
each arising at a different location. 

CASE 1

A 41-year-old male presented to the ophthalmology 
department with a swelling below the medial canthus 
of the left eye. The painless swelling was diagnosed cli-
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nically as a sebaceous cyst and referred for a FNAC. 
On cytology, the cellular smears were composed of 
benign epithelioid and plasmacytoid cells arranged in 
sheets and clusters with variable amounts of myxoid 
stroma.A probable diagnosis of pleomorphic adenoma 
was made on cytology. 

The mass was consequently surgically excised as 
there were no signs of duct obstruction warranting a 
dacrocystorhinostomy. On gross examination, the en-
tire mass composed of a bosselated tumor with myxoid 
appearance. Histopathology revealed an encapsulated 
tumor showing a few ductal epithelial cells and abun-
dant plasmacytoid cells in sheets amidst a chondro-
myxoid stroma (Figure 1). 

In view of the site and the histological features,  a 
diagnosis of pleomorphic adenoma of the lacrimal duct 
was made. The patient is currently under uneventful 
follow up.



254 Modern Medicine  | 2021, Vol. 28, No. 2

Felice FAIZAL et al.

CASE 2

37-year-old male reported with a submandibular swe-
lling and was diagnosed clinically as a submandibular 
cyst. The cyst was excised and specimen sent to our 
centre for histopathology. 

On gross examination, the specimen measured 
5x4x3 cm with a congested periphery and gray white 
myxoid area in the centre. Histopathological exami-
nation revealed normal salivary gland in the periphery 
with an encapsulated tumor composed of epithelial and 
myoepithelial cells in a myxomatous stroma (Figure 2). 
The tumor was diagnosed as a benign mixed salivary 
gland tumor and the patient is on uneventful follow up.

CASE 3

A 32-year-old male presented with a large painless and 
firm mass in the left parotid region with a history of a 
similar mass in the same region seven years ago whi-
ch was surgically excised. However no written records 
of the surgery or the nature of the previous mass were 
available. 

The patient was referred for a FNAC and cytology 
showed a cellular smear with plenty of myoepithelial 
cells in sheets with abundant fibrillary myxoid back-
ground. Dyscohesive epithelial cells showing high nu-
clear cytoplasmic ratio, irregular nuclear borders and 
prominent nucleoli were also noted. Considering the 
history and degree of atypia, a probable diagnosis of 
pleomorphic adenoma was made on cytology with 
a tissue biopsy advised to rule out carcinoma ex ple-
omorphica (Ca-ex-PA).

A total parotidectomy was performed along with 
excision of a lymph node located in the deep lobe. On 
gross examination, a bosselated gray white tumor was 
located in the superficial lobe which was soft to firm 
in consistency. The deep lobe and lymph node did not 
show any gross involvement. On histology, the tumor 
showed a mixed proliferation of ductal epithelial and 
myoepithelial cells embedded in a myxomatous stroma. 
The epithelial cells showed varying degrees of nucleo-
cytoplasmic ratio but no mitosis or necrosis was noted. 
All surgical margins and the lymph node were free of 
tumor (Figure 3). The tumor was hence diagnosed as 
a case of pleomorphic adenoma and the patient is on 
regular follow up.

Figure 1. Pleomorphic adenoma nasolacrimal duct. A: Clinical picture 
of a young male showing a tumor below the left medial canthus. B: 
PAP stained FNAC smear from the mass shows benign epithelioid and 
plasmacytoid cells arranged in sheets and clusters with variable amounts 
of myxoid stroma. C: Histopathology shows an encapsulated tumor with 
ductal epithelial cells and abundant plasmacytoid cells in sheets amidst a 
chondromyxoid stroma

Figure 2. Submandibular gland Pleomorphic adenoma. A: 100X 
histopathology shows ductal epithelial cells and chondromyxoid stroma. 
B: 400X magnification highlighting the benign features of the tumor Figure 3. Recurrent pleomorphic adenoma parotid gland A:FNAC from 

the parotid mass shows ductal epithelial cells and chondromyxoid stroma. 
B: Few areas show dyscohesive cells with high N/C ratio on cytology. 
C,D: 100X and 400X Histopathology shows no features of malignancy.
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DISCUSSION

Tumors of the lacrimal system are rare and pose a di-
agnostic dilemma as a very low percentage of these 
tumors resulting in lacrimal obstruction.4,5,6 Among 
them, pleomorphic adenomas, which is the most com-
mon epithelial tumor to arise from the lacrimal gland 
can also originate from the glandular structures present 
in the walls of the lacrimal sac and nasolacrimal duct7,8,9.  
Involvement of the nasolacrimal duct and the lacrimal 
sac by PA has been mentioned in literature with re-
ported cases of malignant transformation to carcinoma 
ex pleomorphic adenoma arising from the nasolacrimal 
duct and lacrimal gland10-14.

In our first case, the unusual site had resulted in the 
clinical diagnosis of a sebaceous cyst and preoperative 
FNAC suggested PA which was confirmed on histo-
pathology following enucleation of the tumor. This hi-
ghlights the importance of preprocedural cytology to 
better guide patient management.

Histologically, the tumor was composed of ductules 
lined by benign epithelial cells, abundant plasmacytoid 
cells in sheets and focal myxoid stroma. The plasmacy-
toid cells are traditionally considered to be modified 
neoplastic myoepithelial cells but recent studies sug-
gest a different origin with epithelial-mesenchymal 
transformation resulting in this particular phenotype15.  
Even though external Dacrocystorhinostomy (DCR) is 
regarded as the gold standard in terms of surgical suc-
cess in cases presenting with duct obstruction, Benign 
epithelial lacrimal system tumors are often managed by 
external or endoscopic dacrocystorhinostomy and sim-
ple excision of the mass with comparable results.16. The 
external approach has an added advantage of better in-
spection of the lacrimal sac.

Our patient had a benign mixed tumor and no signs 
of duct obstruction and therefore was managed with 
complete excision of the mass along with the capsule.
The patient is on regular follow-up and has shown no 
signs of recurrence till date.

The submandibular gland is the second most com-
mon site of PA after the parotid gland and PA is also 
the most frequent benign tumor arising in submandi-
bular gland.17,18 Submandibular swellings pose a dia-
gnostic challenge as the differential diagnosis includes 
lymphadenitis, sialadenitis, lymphoepithelial, basal cell 
adenoma, adenocarcinoma, mucoepidermoid carcino-
ma and lymphoma.

Similarly in our case a 37-year-old male presenting 
with a submandibular swelling was diagnosed clinically 

as a submandibular cyst. The mass was excised and sent 
for histopathology to our hospital due to unavailability 
of FNAC at the peripheral hospital. The tumor was di-
agnosed as a benign mixed tumor of the salivary gland 
and the patient is under uneventful follow up. Even 
though the recurrence of submandibular PAs is rare 
when compared to parotid tumors, incomplete removal 
of the glandular tissue may lead to the same19,20. 

In the parotid gland,Pleomorphic adenoma is the 
most common benign tumor and has a female prepon-
derance with maximum incidence in the 30-60 years 
age group. Although it presents as a slow-growing tu-
mor, it may become malignant in upto 25 percent of 
the cases21,22.

Pleomorphic adenoma is characterized by the pre-
sence of microscopic extensions protruding beyond 
the pseudocapsule and existence of satellite lesions 
surrounding the capsule which is responsible for re-
currence. Simple enucleation of pleomorphic adenoma 
is associated with high recurrence rates which is mar-
kedly reduced by superficial or total parotidectomy23.

 Ca-ex-PA is a carcinoma originating either from 
a primary or recurrent benign pleomorphic adeno-
ma24. The exact pathogenesis of Ca-ex-PA is debated 
as some authors state that they are malignant from the 
onset whereas some consider it to be a carcinomatous 
transformation of a mixed tumor.25 Preoperative mis-
diagnosis is common in these tumors as the features 
depend on the relative proportion of the adenoma and 
carcinoma components. A high index of suspicion and 
thorough sampling is required to make a definitive di-
agnosis.

In our case, the past history of mass at same loca-
tion, and the cytological findings of few atypical cells 
warranted a warning to look out for Ca-ex-PA. The 
clinical overlap along with cytological variations and 
mild atypia on smears from pleomorphic adenoma 
have been reported to cause diagnostic dilemmas on 
FNAC in cases of Ca-ex-PA26.

CONCLUSION

Pleomorphic adenomas have been reported in major 
and minor salivary glands at unusual locations and 
every mass especially in the head and neck region sho-
uld be evaluated with a high degree of suspicion with 
pre-operative FNAC whenever possible. Wide excision 
should be performed due to the high rate of recurrence 
of this tumor.
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