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CASE REPORT

NON SYNDROMIC MULTIPLE 
KERATOCYSTIC ODONTOGENIC 

TUMORS IN A PATIENT IN HIS 
LATE 50’S: A CASE REPORT
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INTRODUCTION

Odontogenic keratocyst was first 
named by Philipson in 1956 due 

to the presence of keratin in the cyst 
lumen. Defined as “the cyst derived from 
the remnants of the dental lamina, with a 
biologic behavior similar to a benign neo-
plasm with distinctive lining of six to ten 
cells in thickness which exhibits a basal 
cell layer of palisaded cells and a surface 
of corrugated parakeratin”.1 Due to its 
aggressive behavior and high recurrence 
rate its being renamed to keratocystic 
odontogenic tumor.2

 It constitutes around 3.1% of all 
cysts.3 Exhibits male predilection. Fre-
quently affects mandible ramus, third 
molar region followed by first, second 
molar then anterior mandible while 
in maxilla most commonly found in 
third molar and cuspid region. Multiple 
KCOT are associated with Gorlin Goltz, 
Oro-Facial Digital, Ehler Danlos, Noonan 
and Simpson Golabi Behmel Syndromes. 
Only 5.8% are non-syndromic cases 

with multiple odontogenic keratocystic 
tumor.3,4

 There are few cases reported up 
to 40 years of age of non-syndromic 
Odontogenic tumors,3-7 we are reporting 
here a unique case of two odonotgenic 
keratocystic tumors in a 58 yr old patient.

CASE REPORT

 A 58 year old male presented to Oral 
and maxillofacial surgery clinics of Karachi 
medical and dental college complaining 
of swelling and pain on lower left side of 
the face since 3 months (Figure 1a, 1 b). 
Swelling gradually increased in size with 
no pus or blood discharge. Patient had 
no history of any co-morbid conditions 
or surgical procedures. On examination 
1*1 cm swelling on lower left side of 
face was observed causing bucco-lingual 
expansion intra-orally in region of lower 
left central incisor to third molar region 
of same side. Oral hygiene was adequate 
with upper right second pre-molar miss-
ing. Generalized gingival recession was 
also noticed.

 An Orthopantomogram (OPG) 
{Figure 2} was advised which showed 2 
multilocular radiolucent areas with scal-
loped margins. Anterior radiolucency had 
margins from lower left central incisors 
up to the first molar while the posterior 
radiolucency was limited between the 
second lower left molar to the angle of 
mandible on the same side with the third 
molar root in the posterior cavity. Both 
cavities were separated by a thin bony 
wall. All base line investigations were 
done which were within normal limits.

 Differential diagnosis consists of 
Odontogenic Keratocystic Tumor and 
Ameloblastoma. Patient was treated 
under general anesthesia. Enucleation 
of cyst was done through intra-oral 
incisions, treating both cysts separately 
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Figure1: Extra-Oral View showing 
asymmetry, swelling on left side of face.
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radiolucent expansile lesion with sclerotis 
margins. If unilocular it can mimic Dentig-
erous cyst as a well defined radiolucency 
surrounding the unerupted tooth while 
if multiloculated it resembles ameloblas-
toma. In current case it appeared multi-
loculated on OPG. It has the tendency to 
change into malignancy.8,9

 On histopathology it appears as ortho 
or parakeratinized squamous epithelium 
with prominent basal layer of columnar 
or cuboidal cells. Cystic cavity is filled 
with keratin. In our case keratin flakes 
with acute and chronic inflammatory in-
filtrates was reported on histopathology.1 

 Multiple KCOT are found in Gorlin 
Goltz syndrome commonly but on rare 
occasions sporadic cases are there. 
Young patients with multiple cyst are key 
candidates for ruling out any associated 
syndromes.

 Treatment is still debatable as re-
section is the curative treatment while 
enucleation with currettage being least 
requirement.3-9 Patients are usually kept 
on long term follow up.

 Our case is the first to report multiple 
KCOT in non syndromic patient in late 
50 years. Both cyst were found in lower 
left mandible separated by a thin bony 
wall which were treated separately. It 
was associated with partially erupted 
lower left third molar. Cyst in the anterior 
mandible is from the lower left central 
incisor to first molar while second cyst 
is found posterior to first molar. Patient 
is kept on follow up.
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and placing a BIPP in bony defects. The 
posterior Cyst was small in comparison 
to the anterior one and had lower left 
partially impacted third molar associated 
with it. Third molar was also removed 
with the cyst lining. Patient was put on 
antibiotic 5 day regime post-operatively 
and after 2nd post-operative day was 
discharged having no complain of pain, 
blood or pus discharge. Recalled every 15 
day to change the Bismuth iodine paraffin 
paste pack.

 Patient has been coming for follow to 
get Bismuth iodine paraffin paste pack re-
moved. Sample was sent for biopsy which 
confirmed the diagnosis of odontogenic 
keratocystic tumor showing characteris-
tic parakeratin squamous epithelium with 
prominent basal columnar epithelium 
along with inflammatory infiltrates. The 
Bony defect in the angle of the mandible 
is healed fully while we are planning for 
soft tissue closure in the anterior Bony 

defect which has almost filled. Post-oper-
ative orthopantomogram (Figure 3) after 
1 year showed healed posterior defect 
and good healing in anterior defect.

DISCUSSION

 Odontogenic keratocystic tumor are 
known for their aggressive behavior and 
high recurrence rate. It can occur from 
10-80 years of age showing 2:1 male to 
female ratio. 1 60-80% occur in mandi-
ble occurring in 2nd and 3rd decade of 
life.5 It has been shown that 25-40% are 
associated with a un-erupted tooth.3

 Mechanism of formation is still un-
known but PTCH mutation is the link. 
Chronic inflammation causes remnants 
of dental lamina to undergo Cystic 
changes. Features include Pain, intra-oral 
bucco-lingual bone expansion, Soft tissue 
swelling, drainage, root resorption of 
adjacent teeth, paresthesia of the lip 
or teeth.1 On radiograph it appears as 

Figure 2: Pre-operative OPG showing two radiolucencies in lower left side of 
mandible, separated by thin bony wall

Figure 3: Post-operative OPG 8 months showing posterior cavity completely healed 
and radio-opaque BIPP in anterior cavity surrounding by healing bone
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