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CLINICAL PRESENTATION

A 78 year old Indian lady was referred to our out-pa-
tients department by her dental surgeon for evaluation 
of swelling in right retromolar trigone.
Patient was a complete denture wearer for many years 
and reported to her dentist for progressive ill-fitting of 
lower denture. Dentist discovered a swelling in the right 
retromolar trigone as probable cause of poor denture fit 
and was subsequently referred to us.
On questioning, she was aware of swelling which was 
slowly enlarging over approximately one year. It was 
painless, was not associated with any discharge, al-
tered sensation in lip or tongue. It posed no difficulty 
in mastication, swallowing and phonation. So she did 
not seek early medical advice. There was no history of 
fever, weight loss, malaise, fatigue and tobacco con-
sumption in any form.
Her medical history revealed that she underwent 
hemi-thyroidectomy for medullary carcinoma in 1976. 
This was followed by completion thyroidectomy in 1989 
for recurrence and right radical neck dissection in 1998 
for nodal recurrence. She was on thyroxin supplement 
since then. Apart from this, there was no history of ma-
jor systemic illness.

Clinical examination revealed scar on right side of neck 
where nodal dissection was carried out in the past. In-
tra-orally about 3 cm *2 cm *1 cm firm, non-tender, ses-
sile mass was seen occupying lower right retromolar 
trigone. Overlying mucosa had no obvious ulceration. 
Lesion was nontender and partially fixed to underlying 
bone. Rest of the oral cavity was unremarkable and 
there was no cervical lymphadenopathy (Figs.  1-2). 
Baseline hemogram was within normal limits.

DIFFERENTIAL DIAGNOSIS

Based on clinical evaluation, we should consider neo-
plasms and reactive proliferations as diagnostic possi-
bilities.These are as follows in the order of likelihood.
1 Metastatic thyroid carcinoma. This was consid-

ered likely because patient had suffered from this 
disease in the past. Medullary carcinoma is a tumor 
of the parafollicular (C cells) derived from the neural 
crest and not from the cells of the thyroid follicle as 
are other primary thyroid carcinomas. Involvement 
of lymph nodes occurs in 50-60 per cent of cases 
of medullary carcinoma and blood-borne metasta-
ses are common. Current recommended treatment 

Polymorphous low grade adenocarcinoma (PLGA) is rarely encountered in routine clinical practice. Our pa-
tient, 78 year old lady presented with complaint of ill-fitting denture owing to soft tissue mass in retro-molar 
trigone. she had undergone multiple surgeries for thyroid malignancy. Thus, PGLA was a surprise diagnosis in 
this case. The differential diagnosis and subsequent clinical course are discussed in the following manuscript. 
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is by total thyroidectomy and either prophylactic or 
therapeutic dissection of central and bilateral cervi-
cal lymph nodes 1. Serum calcitonin which serves to 
detect recurrence was normal in present case. Thus 
this diagnosis was ruled out in present case.

2 Minor salivary gland neoplasm. These account 
for 10% of all oral cavity malignant neoplasms 
and 15-23% of all salivary gland malignant neo-
plasms 2. This is likely diagnosis due to submucosal 
location of tumour and advanced age. The precise 
histotype can only be diagnosed upon biopsy. 

Immunohistochemistry (IHC) if needed can be done 
for pathological diagnosis. Incisional biopsy was do-
ne for this patient under local anesthesia.

3 Oral squamous cell carcinoma is a consideration 
due to retromolar location and very high incidence of 
oral cancer in India. However no history of tobacco 
consumption coupled with submucosal location, 
non-ulcerated mucosa and absence of cervical 
lymphadenopathy make this a less likely diagnosis.

4 Reactive lesions to be considered include pyo-
genic granuloma, peripheral giant cell granuloma, 
traumatic fibroma, (due to denture irritation)  3. 
Pyogenic granuloma is more common on labial or 
buccal gingiva. The surface is frequently ulcerated. 
Children and pregnant ladies are affected more of-
ten. Thus this is unlikely diagnosis. Peripheral giant 
cell granuloma has a similar clinical appearance 
but more blue purple compared to bright red color 
of pyogenic granuloma. It occurs at younger age 
group (31-41 years) compared to the present case. 
Traumatic fibroma presents as a pink sessile nodule 
similar to present case due to some form of chronic 
irritation. This was a consideration in present case 
as patient was a denture wearer. However, in radio-
graphs, resorption of the adjacent interseptal bone 
is commonly seen in both traumatic fibroma and 
peripheral giant cell granuloma which was absent 
in present case. Thus, peripheral giant cell granloma 
and traumatic fibroma were unlikely diagnoses. 

5 Peripheral ossifying fibroma. It is a non-neoplas-
tic enlargement of the gingival tissue usually from 
interdental papilla, usually in incisor-cuspid region. 
It is most common in teenagers and young adults. 
Thus this is an unlikely diagnosis in present case 
considering location and age. 

DIAGNOSIS AND MANAGEMENT

History and Clinical evaluation was suggestive of neo-
plastic disorder in the present case. This was confirmed 
with incisional biopsy and imaging.
Orthopantomogram (OPG) revealed no abnormality 
apart from soft tissue shadow of the lesion. An incision-
al biopsy revealed a tumor characterized by nests, acini 
and cylindroid formation. Cells had pale acidophilic cyto-
plasm and rounded stippled nuclei. Mitotic activity was 
not conspicuous. Stroma was focally hyalinized with 
myxochondroid change. It infiltrated beneath mucosa. 
Focal neural invasion was noted. To come to definitive 
diagnosis, IHC was done. Tumor cells expressed ck7, 
c5/6, vimentin, s-100protein, p63, SMA, calponin, bcl 
2, cd117 and galactin3. They were negative forsmm, 
cd10, ck19, ttf1, hbme1 andGFAP.MIB1 proliferation 

Figure 1. Neck scar.

Figure 2. Mass in the right retromolar trigone.
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index was low. Diagnosis of Polymorphous low grade 
adenocarcinoma (PGLA) was made (Fig. 7), treatment 
for which is surgical excision.
To access extent and plan surgery CT scan was done 
which revealed 1.9*1.6*1.8 cm nodular homogenously 
enhancing lesion in right retromolar trigone. Posteriorly 
it abutted insertion of medial pterygoid muscle with loss 
of fat planes (Figs. 3, 4).
Underlying bone, para-pharyngeal space and gingi-
vo-buccal sulci were free. No significant cervical lym-
hadenopathy was noted.
Owing to her past history of multiple surgeries for thy-
roid cancer, whole body PET scan was done which 
revealed similar findings to CT scan and no evidence of 
distant metastasis (Figs. 5, 6).

TREATMENT

Wide excision of the affected site was done which in-
cluded lesion, insertion of medial pterygoid muscle (due 
to involvement on CT scan) and posterior segmental 
mandibulectomy ( clinically tumor fixation to edentulous 
mandible) (Figs.  8, 9). Subsequently, she underwent 
external beam radiation to right face (60 Gy/30 frac-
tions) owing to medial pterygoid muscle involvement. 
(Fig. 10). She is being followed up regularly and free of 
disease at 2 years (Fig. 11).
The lady did not complain about difficulty in speech and 
swallowing at the time of follow-up visit. However, due 
to loss of segment of mandible, she was unable to wear 

mandibular denture and could only eat soft liquidized 
food. This was anticipated before operation. It required 
vascularized bone graft like fibula or ilium to reconstruct 
lost portion of mandible followed by insertion of titanium 
dental implants to replace missing teeth. This prolongs 
operation under general anesthesia to 8-10 hours. In 
view of her advanced age, this was considered very high 
anesthetic and surgical risk. The issue was discussed 
with the patient who opted for removal of tumour and 
primary closure. Thus her quality of life was affected as 
far as efficient mastication is concerned.
Histopathology of excisional biopsy specimen 
confirmed the diagnosis of polymorphous low grade 
adenocarcinoma (PGLA) made at the time of incisional 
biopsy (Fig. 12).

Figure 3. Lesion abuting medial pterygoid.

Figure 4. Coronal section of the right retromolar trigone.

Figure 5. PET scan axial section.
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DISCUSSION

Evans and Batsakis in 1984 coined the term PLGA 
which describes its variable morphological appearanc-
es and apparent low-grade behavior 4. Due to the ag-
gressive clinical behaviour of some of these tumours, 
the term “low-grade” is omitted but can be used on 
a case-by case basis 5. PLGA is a distinct entity due 
to its architectural diversity, cytological uniformity, 
and indolent clinical behavior  6  7. Its clinical behavior 
is characterized by slow rate of growth, absence of 
symptoms, less aggressiveness, minimal metastatic 
potential and good prognosis  8. The female-to-male 
ratio is about 2: 1. More than 70% of patients are 

aged 50-70 years. The most common site for PLGA 
is palate (60% of cases occur in this region) followed 
by buccal mucosa, upper lip, retromolar triangle and 
tongue with retromolar area accounting to only 0.5% 
of tumours 5-7, 9-11. This case report describes PLGA in 
such a rare location.
PLGA is typically submucosal in location and unen-
capsulated.
Neoplastic cells are small to medium-sized and uniform 
in shape, with bland, minimally hyperchromatic, oval 
nuclei and only occasional nucleoli. Mitoses are uncom-
mon and necrosis is seen in high-grade transformation. 
A salient and prominent feature is the wide variation 
of morphological configurations within and between 
tumours. The main microscopic architectural patterns 
are lobular, trabecular, microcystic or cribriform (as in 
adenoid cystic carcinoma), solid, and papillary-cystic. 
An eddy-like pattern can be observed at the peripheral 
boundaries of tumour. Foci of oncocytic, clear, squa-
mous, or mucous cells can be observed.
Tumour stroma can be mucinous or hyalinized. 

Figure 6. PET scan coronal section.

Figure 7. Photomicrograph of the immunohistochemistry (IHC)
image of bcl-2 (top left, magnification*10), CD117 (top right, 
magnification*10), CK7 ( bottom left, magnification*10), CD117 
(bottom right, magnification*40) in polymorphous low grade 
adenocarcinoma.

Figure 8. Intra-operative view.
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Perineural involvement is common Invasion into ad-
jacent bone may be seen in tumours of the palate or 
mandible 5.
Its propensity for occurrence in the palate and indolent 
clinical features make confusion with pleomorphic ad-
enoma (PA) or adenoid cystic carcinoma (ACC) even 
more likely. Seen in entirety, the diversity may establish 
the diagnosis, but in small incisional biopsies, where 
only a single pattern may be apparent, the lesion can 
easily be mistaken for a PA, ACC or a basal cell lesion 12. 
Distinguishing ACC from PLGA of the salivary glands 
is important for their management. IHC is valuable in 
unclear PLGA cases. Uniformly positive vimentin and 
CK7 staining, except for the rare two layer ducts, is suf-
ficient for a final PLGA diagnosis. S100 is also positive 

Figure 9. Resected specimen.

Figure 10. Appearance after radiation therapy.

Figure 11. Follow-up picture at 2 years.
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in almost all of the cells, but this characteristic is only di-
agnostically supportive 13. Wide surgical resection is the 
mainstay of PLGA treatment and the role of radiation 
is unclear. Adjuvant radiation therapy is usually given 
for close and positive margins were present 14. Overall 
survival is generally good, reported local recurrence 
rates range from10-33% (average: 19%). The range of 
reported regional metastasis rates is 9-1 5%. Distant 
metastases have seldom been reported. Deaths have 
occurred after prolonged periods. High- grade transfor-
mation of PLGA has been reported and is associated 
with an unfavorable prognosis  15. Thus, it is essential 
to maintain long-term follow up, as local recurrence or 
metastasis can occur several years later.
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Figure 12. Photomicrograph showing tumour cells arranged 
in diverse architectural patterns.


