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Fig 1 (A, B) Oral examination showed a diffuse swelling from the maxillary right central incisor to the first molar region measur-
ing 2.5  cm × 2.5 cm. The overlying palato-gingival mucosa was reddish, and ulcer formation was observed in the palatal overlying 
mucosa from the maxillary right canine to the maxillary first molar region, measuring 1.5 cm × 1.5 cm. The mobility and dislocation 
of the maxillary right first and second premolars were noted. (C, D) Radiographic examination revealed a unilocular radiolucent 
lesion with a poorly demarcated border extending from the right second incisor to the right first molar region, and focal opacities in 
the centre of the radiolucent areas. 

Fig 2 Microscopically, there was a gradual transition from 
the components of benign CEOT to the components of malig-
nant CEOT, which comprised approximately 40% of the entire 
tumour. In particular, the periphery was mostly malignant (origi-
nal magnification ×10).
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Fig 3 (A–C) The central portion of the tumour showed the typical features of CEOT, which was characterised by irregular strands, 
cords, and nests of polyhedral epithelial cells with clear cytoplasm and ample eosinophilic cytoplasm in a bland fibrous stroma, and 
eosinophilic, homogeneous hyaline material that was often calcified (original magnification ×400 [A and B], ×200 [C]). (D) The tumour 
cells were positive for the Congo red stain (original magnification ×400).
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Fig 4 (A) The malignant component was composed of islands of polyhedral tumour cells with nuclear pleomorphism and increased 
mitotic activity (original magnification ×400). (B) Microscopic foci of central microcystic degeneration and necrosis were noted in the 
squamous islands (upper right and lower arrows), the peripheral layer of which showed discohesive areas of epithelioid morphology 
alternating with areas imparting a pseudoglandular appearance (upper left arrow) (original magnification ×100). (C, D) Infiltration into 
adjacent bone and blood vessels could be observed (original magnification ×200).
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Table 1  Reported cases of malignant CEOT or CEOT showing microscopic features of potential malignant behaviour

Reference 

 

Age 

(y) 

Sex 

 

Location 

 

Duration 

(y) 

Invasion into the 

neighbouring 

tissues

Clinical  

evidence of 

metastases

Radio- 

graphic  

findings

Treat- 

ment 

Length  

of follow- 

up (y)

Recur-

rence 

Basu  
et al3

75 M Mandible 62 Yes Yes
A multilocular 
cystic lesion

Mandibular 
resection

2
2 years 

later

Veness  
et al4

64 F Mandible - Yes Yes

A well-defined 
multilocular 
radiolucency 
featuring par-
ticulate calci-

fication

Segmental 
mandibu-
lectomy 

and supra-
omohyoid 
neck dis-
section

1 No

Cheng  
et al5

83 F Mandible
A few 

months
Yes No

A well-defined 
multilocular 
radiolucency

Mandibular 
resection

10/12 No

Kawano  
et al6

54 M Mandible - Yes
Pulmonary 
metastases

A well-defined 
lesion with 
a mixture of 
radiolucent 
and radio-

paque areas

Segmental 
mandibu-
lectomy

2 No

-, details not provided


