
INTRODUCTION
Wright (1981) rst identied the orthokeratinized variant of 
o d o n t o g e n i c  c y s t  w h i c h  i s  n o w  k n o w n  A s 
o r t h o k e r a t i n i z e d o d o n t o g e n i c  c y s t [ 1 ] . T h e  t e r m 
orthokeratinizedodontogenic cyst coined by the Li et al which 
also reect its most plausible histologic origin[2].wright 
explained that OOC  having different histopathology and 
reduce chance to recur than odontogenickeratocyst (OKC)[3]. 
According to reclassication of odontogenic cyst by WHO IN 
2 0 0 5 ,  O d o n t o g e n i c k e r a t o c y s t  ( O K C )  t o 
keratocysticodontogenictumour (KCOT) as parakeratinized 
type and stated “cystic jaw lesion that are lined by 
orthokerinized epithelium do not form part of the spectrum of 
keratocysticodontogenictumour(KCOT)[4].The frequency of 
keratocysticodontogenictumour (KCOT) Iin oral cavity is eight 
times more than that of orthokeratinizedodontogenic 
cyst.(OOC).

CASE REPORT
A 27 years old female reported to our institution with a chief 
complaint of swelling in the lower right back region of  jaw for 
the past 9 months. 

On extra oral examination no gross facial asymmetry was 
present. Diffuse swelling was present in the right 
parasymphysis region of  3 cm × 2 cm approx in size, hard in 
consistency and non tender on palpation.Buccal cortical plate 
expansion was evident with crepitus at some area.

On Intra-oral examination mild swelling was present 
extending from lower right lateral incisor to left rst molar 
region. Orthopentogram showed a well-dened radiolucency 
with corticated border in the body of the mandible extending 
from 43 to 46 regions and extending up to 2mm above the 
inferior border of the mandible with impacted premolar. Over-
retained deciduous molar was present in lower right 
mandible.

C o n e  b e a m  c o m p u t e r  t o m o g r a p h y  s h o w e d  a n 
expansileosteolytic lesion with buccal cortical plate.

Provisional diagnosis of  dentigerous cyst with impacted 

premolar was suggested with differential diagnosis of KCOT, 
unicysticameloblastoma and orthokeratnized OKC.

After all routine laboratory investigation incisional biopsy was 
planned. all laboratory ndings was within normal limit.

Incisional biopsy was done under local anesthesia 2% 
lignocaine with adrenaline.Histopathologicalndging was 
orthokeratinizedodontogeniccyst(OOC).

Due to low recurrence rate than KCOT Surgical enucleation of 
the lesion was planned.Surgicalenucleation with impacted 
premolar removal was done through intraoral buccal 
vestibular approach under general anesthesia.After the 
enucleation Gross examination of the excised specimen 
revealed a thin cystic sac with luminal surface.The lumen also 
contained white cheesy material.

Microscopic histopathological  examination  of the specimen 
revealed an orthokeratinizedodontogenic epithelium and 
underlying connective tissue. Overlying hyperplastic 
epithelium was 6-8 cell layered with at interface between 
epithelium and connective tissue.

DISCUSSION
Orthokeratinizedo dontogenic cyst (OOC) is a developmental 
cyst of odontogenic origin and was initially dened as the 
uncommon orthokeratinized variant of odontogenickeratocyst 
(OKC). Orthokeratinizedodontogenic cyst having some 
similari ty with keratocysticodontogenictumous on 
microscopic basis i.e equal epithelium lining with 
keratinization,these two cysts are different from various 
aspects as orthokeratinization and parakeratinization.

According to previous litraturer  the incidence of 
orthokeratinizedodontogenic cyst (OOC) ranging from 5.2-
16.8% among cases which had been previously coded as 
KCOT[5] OOC has been reported to occur in the third and fourth 
decades of life[3].The mandible involvement is more common 
than that of maxilla[6].According to reported litraturer , OOC 
was located in the body of mandible, starting from lower canine 
region involving lower  premolars and lower  rst molar. 
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Swelling is the main clinical feature with or without pain in cases 
of OOC.in present case the lesion extending from lower right 
lateral incisor to lower right molar area[7].

The size of the orthokeratinizedodontogenic cyst varies from 
greater than 1cm nad less than 7 cm[8].

The character of Orthokeratinizedodontogeniccyst  
resembles clinically and radiographically representing 
dentigerous cyst as they most often involved an unerupted 

[9]mandibular third molar .

Swelling is the most frequent symptom and is accompanied with 
pain although in most of the cases, the lesion is asymptomatic. 
Large lesions can cause cortical expansion[10].

On radiological examination orthokeratinizedodontogenic cyst 
appears well circmuscibedunilocular or multilocularra 
dioluscency that some time associated with impacted tooth or 
with the tooth causingroot resorption,with or without expansion 

[10]of cortical plate/ displacement of inferior alveolar canal

On histological examination orthokeratinizedodontogenic 
cyst is lined by 4-9 layers of stratied squamous epithelium 
which is unifromly distributed and basal layer cell that 
exhibits palisade cuboidal or at cells, with nuclear 
hyperchromatism[11]  There are so many other lesion of jaw 
like dentigerous cyst, unicysticameloblastoma and KCOT 
resembles with orthokeratinizedodontogenic cyst but OOC 
usually shows no root resorption of involved teeth, which is a 

7characteristic feature of ameloblastoma

Etiopathogenesis
The orthokeratinizedodontogenic cyst (OOC) is a 
developmental odontogenic cyst relatively rare; arising from 
the cell rests of the dental lamina.

Kotwaney S et al., had shown the role of reduced enamel 
epithelium in formation of dentigerous cyst that had 
completed its tooth-forming function and which had the 
capability to keratinize under appropriate stimuli, This is how 
the true dentigerous cyst with keratinization may be 
formed[12].according to Zhu study,they stated  that like KCOT, 
which arise from the dental lamina with the presence of the 
dental papilla, the OOC may arise from oral epithelium under 
the inuence of the dental papilla or only the oral epithelium. 
Due to this different histogenesis of KCOTs and OOCs further 
investigation is required. Other  studies suggested that  KCOT 
originate from dental lamina. This would explain their 
common occurrence in the posterior mandible, because the 
dental lamina is more active in this area at the age when many 

[3,11]patients develop their cysts

Immunohistochemistry
The KCOT is clinically more aggressive than other forms of 
odontogenic cyst and tends to recur after surgery. The 
recurrence in KCOT has varied from 12% to 60%. These may 
be due to signicantly less expression of p63 in OOCs than 
KCOTs. p63 which is a member of the p53 tumor suppressor 
gene family, plays a major role in the terminal differentiation 
of epithelial stem cells as well as their maintenance. Due to 
less signicant expression of p63 in OOC, epithelial cells have 
less proliferative and selfrenewal potential. p63 expression 
usually seen be more intensive and diffuse in malignant 
odontogenictumors and benign odontogenictumors, which 
showed local aggressiveness in comparison of other 
odontogenictumors. Even recent immunocytochemical results 
demonstrated fewer Ki-67-positive proliferating cells, which 
are mostly conned to the basal cell layer in the epithelial 
linings of OOC than KCOT. Thus, KCOT lining demonstrate 
more prominent suprabasal proliferative activity than that of 
ooc,[13,14]

Treatment
According to reported litraturer Surgical enucleation  of lesion 
with removal of involvedimpacterd teeth is the line of 
treatment.follow-up of the enucleated lesion showed no  
recurrence. In this case we also enucleat the lesion with 

[15]removal of associated impacted teeth .

Very limited information is present about orthokeratinizingo 
dontogenic cyst due to very low prevalence rate and due to 
lack of specic clinical and radiographic features. More study  
is  required for orthokeratinizedodontogenic cyst  to nd out 
etiopathogeneisis and clinical-radiographic feature of this 
lesion. OOC should be considered always in the differential 
diagnosis of all the radiolucent lesions involving impacted 
teeth.

Pre op facial prole  Pre op (intra oral )

Pre op CBCT                        Pre op CBCT

Intra operative  (a)                            Intra operative  (b) 

Tissue after enucleation             Impacted tooth   
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Histopathologic image showing cysticepitheliumlined 
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