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Squamous cell carcinoma arising from keratocystic 
odontogenic tumor
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INTRODUCTION

Squamous cell carcinoma (SCC) arising from epithelial 
lining of  Keratocystic Odonogenic Tumour(KCOT) is 
very rare with 0.001‑0.002 incidence.[1] Keratin metaplasia 
leading to epithelial hyperplasia and dysplasia can be one 
of  the mechanisms of  malignant changes so, presence 
of  keratinisation in the cyst lining increases the risk 
of  malignancy.[2,3] According to the new histological 
classification of  tumors of  the WHO, SCC arising from 
KCOT need to be treated as specific entity than arising 
from other odontogenic cysts.[4] This paper presents 
a case of  SCC arising from Keratocystic Odonogenic 
Tumour(KCOT).

CASE DETAILS

A 55‑year‑old male patient reported with a chief  complaint 
of  pain and swelling in the left mandibular posterior region. 
He gave the history of  #36 tooth extraction 4 years back. 
The patient was a tobacco chewer since the past 10 years. 
On extraoral examination, approximately 2 cm × 1 cm hard 
swelling was present in 36–38 region and discontinuous 
lower border of  mandible. The lymph nodes were not 
palpable. On intraoral examination, obliteration of  buccal 
vestibule with expansion of  buccal cortical was seen. 
Orthopantomograph showed radiolucent lesion with 
ill‑defined borders and pathologic fracture of  lower border 
of  mandible.

MICROSCOPIC FINDINGS

We received many bits of  tissue which on scanner view 
showed a cystic lumen. The cystic lining was composed 
of  proliferative, dysplastic stratified squamous epithelium 
which in some sections was thrown in the form of  
long, drop‑shaped rete ridges [Figures 1 and 2]. The 
features of  dysplasia evident were basal cell proliferation, 
hyperchromatic nuclei, keratin pearl formation. Focal 
areas showed keratin plugging and broad bulbous rete 
ridges [Figure 3]. Few areas showed many subepithelial 
islands of  malignant cells in the connective tissue stroma 
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Figure 1: Thin odontogenic cyst lining seen. Focal areas exhibiting 
epithelial proliferation with keratin pearling and dysplastic features 
(H&E, ×100)
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indicating invasion [Figure 4a‑c]. The inflammatory 
response was moderate with predominant lymphocytes. 
A diagnosis of  squamous cell carcinoma arising from 
odontogenic cyst was done.

The patient was treated with hemimandibulectomy and 
interarch fixation was done with wiring. The patient 
reported back after 3–4 months with a discharge from 
that area.

After complete exposure of  the area with removal of  
the wiring, the surgeon curetted the area and sent for 
histopathology. Histopathological analysis revealed 
proliferative cystic lining composed of  para‑keratinised 
stratified squamous epithelium with features  keratocystic 
odontogenic tumor (KCOT) [Figure 5]. The lining 
was consistently showing dysplastic features, but few 
areas showed excessive proliferation with keratin pearl 

formation. Based on the overall features, the diagnosis 
of  squamous cell carcinoma arising from KCOT was 
arrived.

DISCUSSION

The epithelial lining of  the odontogenic cysts has 
potential to undergo metaplasia or dysplastic changes 
or malignancies such as squamous cell carcinoma 
or mucoepidermoid carcinoma. Keratinisation and 
long‑standing inflammation are suggested to be the 
predisposing factors for these malignant changes. 
Carcinoma arising from the cyst showed clinical 
features similar to a benign expansile of  the jaw and 
rarely associated with pain and paraesthesia. Mandible 
is commonly affected than maxilla with male gender 
predilection. Radiographically, odontogenic squamous cell 
carcinoma showed unilocular or multilocular lesion with 
ill‑defined or well‑defined border. Histological features 

Figure 2: Epithelial lining showing thin and drop‑shaped rete ridges 
with dysplastic features (H&E, ×400)

Figure 3: Verrucous‑like proliferation (H&E, ×100)

Figure 5: Tissue section of recurrent lesion showing keratocystic 
odontogenic tumor (H&E, ×40)Figure 4: (a‑c) Various fields showing invasion of malignant epithelial 

cells in the underlying stroma indicating early invasion (H&E, ×400)
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are consistent with squamous cell carcinoma usually of  
well‑differentiated type.

Final diagnosis
Squamous Cell Carcinoma arising from KCOT.
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