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Non-syndromal bilateral dentigerous cysts are rare. It is conceivable that they are either under-recognized
or under-reported. In this article we report the unusual occurrence of non-syndromic bilateral
dentigerous cysts associated with mandibular third molars with polymorphism in chromosome 1gh+.
It is suggested that in non syndromal cases of bilateral dentigerous cysts karyotyping should be done
to confirm the association with chromosomal 1 anomaly.
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INTRODUCTION

dontogenic cysts arise from an aberration at
Osome stage of odontogenesis.! Dentigerous cysts

are the second most common odontogenic cysts
after radicular cysts, accounting for approximately 24%
of all true cysts in the jaws? A dentigerous cyst arises
from the enamel organ as a result of an alteration in the
reduced enamel epithelium. Though usually associated
with the crowns of teeth, it has also been observed in
association with other anomalies like odontomas and
mostly seen in the second and third decades of life. The
teeth most commonly involved are the mandibular third
molars and the maxillary cuspids. The incidence is
slightly higher in males than in females.

Dentigerous cysts are frequently discovered when
radiographs are taken to investigate a failure of tooth
eruption, a missing tooth or mal-alignment. There is
usually no pain or discomfort associated with the cyst
unless it becomes secondarily infected. Radiographs
show a unilocular, radiolucent lesion characterized by
well-defined sclerotic margins and associated with the
crown of an unerupted tooth. While a normal follicular

* Puneet Batra MDS, Senior Resident, Department of Dental
Surgery, All India Institute of Medical Sciences, New Delhi.
** Ajoy Roychoudhury MDS, Assistant Professor, Department of
Dental Surgery, All India Institute of Medical Sciences, New Delhi.
*** Prahlad Balakrishan MSc, Genetic unit, Department of
Pediatrics, All India Institute of Medical Sciences, New Delhi.
**** Hari Parkash MDS, FIMFT, FICD, MNAMS, FACD, Professor
and Head, Department of Dental Surgery, All India Institute of
Medical Sciences, New Delhi.

Send all correspondence to Dr. Ajoy Roychoudhury, Assistant
Professor, Department of Dental Surgery, All India Institute of
Medical Sciences, New Delhi 110029, India.

Voice: +91-11-26594453
E-mail: ajoy@aiims.ac.in

The Journal of Clinical Pediatric Dentistry

space is 3 to 4mm, a dentigerous cyst can be suspected
when the space is more than 5mm.

Most dentigerous cysts are solitary. Bilateral and
multiple cysts are usually found in association with a
number of syndromes including cleidocranial dysplasia
and Maroteaux-Lamy syndrome.® In the absence of
these syndromes, bilateral dentigerous cysts associated
with the mandibular third molars are rare. There have
been only few reported cases in the literature (Table 1).5*
Although this finding may reflect the true rarity of the
condition, it is conceivable that bilateral dentigerous
cysts are either under-recognized or under-reported.
Chromosomal abnormalities are very common, but few
reports in literature have reported pathogenic effects
associated with dental and skeletal abnormalities. Here,
we report the unusual occurrence of nonsyndromic
bilateral dentigerous cysts associated with mandibular
third molars and left second premolar with poly-
morphism in chromosome 1gh+.

Case Report
A 15-year-old female patient reported to our unit with
a complaint of swelling in the lower left second pre-
molar region. The medical history was non-significant
except for a surgery to enucleate a sebaceous cyst from
the planter surface of the left-hand three ago.
Intra-oral examination revealed a cystic swelling in
relation to a retained deciduous second molar and clini-
cally absent second premolar. The aspirate from the
swelling was sent for FNAC, which revealed a large num-
ber of anucleate squamous cells with acute inflammatory
exudate. Protein estimation of the aspirate was 8.7gm/dl.
The panoramic radiograph showed bilateral, uni-
locular well-defined corticated radiolucencies sur-
rounding the unerupted second left premolar as well as
around the crowns of both mandibular third molars.
The anterior border of both radiolucencies around the
third molar crowns appeared to involve the distal root
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Figure 1. OPG showing the bilateral dentigerous cysts in relation to
the mandibular third molars.

of the second molar (Figure 1). Both third molars
crowns were grossly displaced to the posterior border
of the mandible. Occlusal radiograph of the maxilla did
not reveal evidence of clefting (Figure 2).

In view of the multiple dentigerous cysts it was
decided to evaluate the patient for any syndromic asso-
ciation. The skeletal survey was done to rule out cysts
in any other bones of the skeleton. The chest radio-
graph revealed an abnormal bony cage with supernu-
merary ribs in the right lower zone and multiple
expanded anterior ends of the ribs on the left side
(Figure 3.). The radiograph of the right hand showed a
radiolucency in the first metacarpal (Figure 4). Barium
meal and enema did not show any intestinal polyposis.
No syndromic association could be made.

Peripheral blood lymphoctos were used for the
chromosomal analysis Micro culture method of More-
head, etal® was used and Giemsa-trypsin banding of
metaphase chromosome was performed using standard
methodology.* Cytogenetic studies did not reveal any
structural or numerical abnormalities. However, the
chromosome 1 was found to have an elongated long
arm resulting in 1gh+. (Figure 5)

The cysts were enucleated together with the associ-
ated second premolar, retained deciduous second
molar as well as third molar teeth bilaterally. Healing
was uneventful, and six months after the surgery, the
surgical sites showed good healing (Figure 6).

The submitted specimen consisted of three sacs of
soft tissue, the largest measuring 32 x 8 x 4mm. Micro-
scopic sections of both specimens were similar, showing
cystic walls composed of fibrocollagenous tissue and
lined by stratified squamous, non-keratinized epi-
thelium (Figure 7).

DISCUSSION
Anomalies associated with dental and skeletal effects
have been reported in literature in association with
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Figure 2. Occlusal radiograph maxilla showing no evidence of
clefting.

Figure 3. Chest radiograph showing supernumerary ribs in the

right lower zone and multiple expanded anterior ends of the ribs on
the left side.

chromosome 2,4,6,17 and 19.*% These association and
linkage studies mostly pertain to non-syndromic cleft lip
and palate. Dysplastic teeth with skeletal anomalies in a
family have been reported with large secondary con-
striction in chromosome 1gh+.% Karyotyping revealed a
large secondary constriction in one of the chromosome
1 pair (1gh+). Chromosome no. 1 polymorphism is very
common, but only one report in literature has reported
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Figure 4 The radiograph of the right hand showed a radiolucency
in the first metacarpal.

) |

Figure 5. Karyotype revealing a large secondary constriction in one
of the chromosome 1 pair (1gh+).

Figure 6. OPG taken six months after the surgical enucleation of
the lesion.

pathogenic effects associated with dental and skeletal
abnormalities.® It is suggested that in non syndromal
cases of bilateral dentigerous cysts karyotyping should
be done to confirm the association with chromosomal 1
anomaly or its relation with other chromosomes.
Although dentigerous cysts are common develop-
mental cysts, reported bilateral dentigerous cysts are
extremely rare. Bilateral dentigerous cysts are rare in the

The Journal of Clinical Pediatric Dentistry

Figure 7. Photomicrograph of dentigerous cyst showing lining of
stratified squamous, non-keratinized epithelium. Note the
fibromyxoid stroma (H& E stain X 10).

absence of an underlying syndrome or systemic disease.
Bilateral or multiple dentigerous cysts are usually asso-
ciated with the Maroteaux-Lamy (mucopolysaccharido-
sis, type VI) syndrome* and cleidocranial dysplasia.®
Both are developmental conditions that are detected in
young individuals with stigmata of the syndromes.
Since dentigerous cysts can attain considerable
size with minimal or no symptoms, early detection
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Table 1. Reported cases of non-syndromal bilateral dentigerous cysts in relation to the mandibular third molars

Authors Year Sex Age (yrs.) Treatment
Shah N, Thuau H, Beale I° 2002 M 39 Spontaneous remission
Ko KS, Dover DG, Jordan RC’ 1999 M 42 Enucleation
Banderas JA,Gonzalez M, Ramirez F, Arroyo A® 1996 M 38 Enucleation
Crinzi® 1982 F 15 Enucleation
Burton DJ, Sheffer RB* 1980 F 57 Enucleation
Callaghan® 1973 M 38 Enucleation
Myers*? 1943 F 19 Enucleation

and removal of the cysts is important to reduce
morbidity.*® It is therefore important to perform
radiographic examination of all unerupted teeth.
Bone scans may be useful in detecting multiple
lesions throughout the body.** Although multiple
dentigerous cysts are rare, once a cystic lesion is
recognized, the patient must be examined carefully
to rule out other possible dentigerous cysts.®*
Complete removal of the lesion is essential given
that dentigerous cysts or the remnants have been
documented to differentiate into ameloblastomas,
squamous cell carcinomas, adenomatoid odontogenic
tumors, and complex odontomas.*”*
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