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CASE REPORT
A 16-year-old female patient reported with an asymptomatic 
swelling on left lower half of the face since two months. On extraoral 
examination, swelling was present along left lower 1/3 of the face 
resulting in facial asymmetry [Table/Fig-1]. On intraoral examination, 
swelling extended from 41 to 36 region involving buccal and labial 
vestibule with retained 73 [Table/Fig-2]. OPG revealed unilocular 
radiolucency extending from 41 to 36 with impacted 33 [Table/
Fig-3]. 

The Haemotoxylin and Eosin (H&E) stained incisional biopsy section 
showed odontogenic epithelium arranged in the form of nodules 
and sheets. The epithelial cells were arranged in rosette pattern and 
ducts with central lumen filled with hyaline material [Table/Fig-4]. 
Ducts lined by tall columnar cells with hyperchromatic nucleus away 
from the lumen were evident [Table/Fig-5]. In between the nodules, 
ducts and rosettes, spindle and stellate shaped cells were present 
in the form of sheets. In a focal area, a large cystic space lined by 
basal tall columnar cells with palisading, hyper chromatic nucleus 
arranged with reversal of polarity were evident and suprabasal 
cells were stellate reticulum like cells [Table/Fig-6]. These features 
were suggestive of Adenomatoid Odontogenic Tumour (AOT) with 
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[Table/Fig-1]: Extraoral photograph showing asymmetry of face due to swelling on 
left lower 1/3 of face. [Table/Fig-2]: Intraoral swelling along the labial and buccal 
vestibule.

[Table/Fig-6]: Unicystic Ameloblastomatous lining - basal columnar cells with 
hyperchromatic nucleus and reverse of polarity and suprabasal cells resembling 
stellate reticulum cells (H&E, 40X).

[Table/Fig-4]: Rosettes and ductal pattern of AOT (yellow arrow) and cystic lining of 
odontogenic epithelium of UA (blue arrow) (H&E, 4X).

[Table/Fig-5]: High power view showing (a&b)  rosettes & duct like features of AOT 
(H&E, 40X); (c) hyaline material (arrow) in the centre (H&E, 40X).

[Table/Fig-3]: Unilocular radiolucency with impacted left mandibular permanent 
canine.
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Unicystic Ameloblastoma (UA). The lesion was treated by complete 
excision and on one year follow up, the lesion healed uneventfully. 

DISCUSSION
AOT and UA both are odontogenic epithelial tumours, which are 
frequently associated with impacted tooth and occur in 2nd decade 
of life [1]. The present case is unique as incisional biopsy showed 
one area of AOT features and another area showed UA. Its location 
in the anterior region of mandible with impacted permanent 
mandibular canine, which is not a common site of occurrence of 
AOT or UA makes it unusual. 

Hybrid tumours consist of two or more different histologic types 
and occur rarely. But their combination has been noticed well in 
odontogenic tumours [2]. In the literature, two cases of AOT with UA 
were reported by Raubenheimer EJ et al., who studied infrequent 
clinicopathological findings in 108 ameloblastomas [3]. Another 
case was reported by Jivan V et al., showing existence of extra 
follicular AOT and UA [4]. Few other hybrid tumours like AOT with 
calcifying epithelial odontogenic tumour, AOT arising from calcifying 
odontogenic cyst, AOT developing in an ameloblastoma have also 
been reported in the literature [4].
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It is important to report rare cases of such hybrid tumours like AOT 
with UA as treatment for each entity differs. AOT requires only 
surgical excision. But when it is present in association with UA or 
hybrid tumours, treatment may be radical excision and long term 
follow up may be required. UA present at one corner of the section 
may be overlooked. So, it is important to examine the full tissue 
specimen. Prognosis will be good, if complete excision is done with 
close follow up. We have done follow up for one year and the lesion 
healed uneventfully. 
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