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Carcinoma arising from cyst: A rare entity
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Dentigerous cysts (DC) is one of the commonest odontogenic cysts of the oral cavity, and more prone to
develop from odontogenic tissue encompassing an impacted tooth. Odontogenic cysts are more potential
towards neoplastic transformation, among them odontogenic keratocyst and DC has highest potential.
Carcinoma arising in a dentigerous cyst is extremely rare. Here, we present a rare case of carcinoma arising

from DC in 50 years old male patient.
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1. Introduction

The odontogenic cysts such as dentigerous cyst (DC),
odontogenic  keratocyst, radicular cysts, calcifying
odontogenic cysts, and glandular odontogenic cysts
are more potential towards neoplastic transformation,
among them odontogenic keratocyst and DC has highest
potential.! DC is the commonest odontogenic cysts more
prone to develop from odontogenic tissue encompassing an
impacted tooth. Clinically, most commonly associated with
an impacted mandibular third molar followed by maxillary
canine and mandibular premolars. Radiographically, reveals
a well-defined unilocular radiolucency with sclerotic border
encircling crown of an impacted tooth.?

Although rare, DC has the highest potential rate
to undergo neoplastic or malignant transformation such
as adenomatoid odontogenic tumor (AOT),>* complex
odontoma (CO), *ameloblastoma (AB), ¢ mucoepidermoid
carcinoma (MEC),7and squamous cell carcinoma (SCC) 1.8
have been documented in the literature. But in the literature
till now only few cases reported where DC undergoing
malignant transformation.® Here, we present a rare case of
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carcinoma arising from DC in 50 years old male patient.

2. Case Report

A 50 years old male patient reported to the department with

a chief complaint of pain and swelling on left side, lower one
third of the face. He reveals swelling since 3 months and
pain since one week. Past medical and dental history non-
contributory. On extra oral examination revealed a diffused
swelling on left lower one third of the face, measuring
approximately 5 x 5.5 cms. The skin over swelling was
stretched and shiny. No discharge and no ulcerations were
noted. On palpation, it was firm to hard in consistency
and tender. No associated lymphadenopathy was found. On
intra oral examination, vestibular obliteration with intact
surrounding mucosa was noted. On palpation it was firm
to hard in consistency and tender. Based on the patient’s
history and clinical examination a provisional diagnosis of
ameloblastoma was made. [Figure 1 ]

Base line investigations were non-contributory.
Radiological investigations such as OPG revealed [Figure 2
] a well-defied unilocular radiolucency with respected to
horizontal impacted left mandibular third molar. Perforation
of lingual cortical plate was noted (a well-defined round
unilocular radiolucency was noted). Right horizontal
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impacted mandibular third molar tooth, endodontically
treated with fixed prosthesis with respect to 11,21,42, and
33, grossly decayed tooth with respect to 16, decayed
tooth with respect to 27 and endodontically treated 33 with
periapical radiolucency were noted. Chest x-ray was taken
which was non-contributory. Based on the radiological
features unicystic ameloblastoma arising from dentigerous
cyst was made.

Incisional biopsy was performed, which revealed many
sheets and clusters of cells, multiple keratin pearl formations
and focal mucinous and cystic change. The cells polygonal
in shape and contain moderate to abundant bright
acidophilic cytoplasm and sharp cellular margins. The
nucleus is round to oval and show moderate pleomorphism,
disorganization, coarse chromatin clumping and prominent
nucleoli. Mitotic activity is high. There are patchy areas
of stromal desmoplastic reaction and dense infiltrates of
lymphocytes, plasma cells and neutrophils suggestive of
invasive keratinizing squamous cell carcinoma. [Figure 3
] The patient underwent surgical hemimandibulectomy
followed by radiation therapy.

L

Fig. 1: Revealed a diffused swelling on left lower one third of the
face

Fig. 2: Showed a well-defiedunilocular radiolucency with
respected to horizontal impacted left mandibular third molar and
perforation of lingual cortical plate.

Fig. 3: Histopathology picture revealed high mitotic activity with
patchy areas of stromaldesmoplastic reaction and dense infiltrates
of lymphocytes, plasma cells and neutrophils

3. Discussion

Squamous cell carcinoma come into existence from
odontogenic cysts is extremely rare and till know nearly
100 cases reported in the literature. ' The most common
odontogenic cysts under goes malignant transformation are
radicular cysts (60%), dentigerous cysts (16%), odontogenic
keratocyst (14%) and lateral periodontal cysts (1%) have
been also reported.!%!! The present case reported was a
squamous cell carcinoma arise from dentigerous cysts.

Squamous cell carcinoma arise from DC undergoes
neoplastic transformation at incidence of 1% to 2.5%° and
malignant transformation at an incidence of 1% to 2%."
The most common site of occurrence is mandibular third
molar followed by maxillary canine. Predominantly seen at
age group between 37-90 years with male predominance at
aratio of M:F is 3:1." The present case was consistent with
the literature.

The exact etiopathogenesis is still unknown, but
the chronic inflammation and infectious tissue has
been suggested one of the predisposing factor for
malignant transformation of the cystic epithelium. 314
Gulbranson et al.” suggested oncogenes plays important
role in transformation of follicular cyst without chronic
inflammation to malignancy. According to vander Wal et
al.”’ and Browne et al." Keratinisation in the epithelial
lining could be a risk factor for malignancy.

Clinically, represented as a diffuse swelling with pain in
most of the cases, mobile teeth and cortical expansion as
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well perforation as reported in our case. Lymphadenopathy
and numbness are reported less frequently, "™ in the present
case lymphadenopthay was noted which are mobile and
tender. Radiographically, it is so difficult to diagnose
the malignant changes from odontogenic cysts in early
stages. The diagnosis is purely based on the patient’s
history and clinical examination and it is considered
mostly on aggressive growth of lesions at an area
occurs. Radiographically, it is represented as a well-defined
unilocular radiolucency with or without cortical perforation.
The present case reported was consistent with the literature.

Surgical management is the key method, including
prophylactic and surgical excision of involved lymph
nodes. ' En-bloc surgery is the safest surgical modality to
ensure disease-free survival with least recurrence rate of <
15%.%0

4. Conclusion

Among all the odontogenic cysts, dentigerous cyst is one
of the more commonly encountered in routine practice. The
neoplastic transformation rate is noted in odontogenic cysts.
Thus, there is a need of a thorough knowledge and complete
evaluation of impacted teeth and its removal should remain
as acceptable therapy. The complete histopathological
evaluation of excised specimen of dentigerous cyst to rule
out its complications.

5. Source of Funding

None.

6. Conflict of Interest

None.

References

1. Muglali M, Sumer AP. Squamous cell carcinoma arising in a residual
cyst: A case report. J Contemp Dent Pract. 2008;9:115-21.

2. Kahn MA. Ameloblastoma in young person’s: A clinicopathologic
analysis and etiologic investigation. Oral Surg Oral Med Oral Pathol.
1989;67:706-15.

3. John JB, John RR. Adenomatoid odontogenic tumor associated with
dentigerous cyst in posterior maxilla: A case report and review of
literature. J Oral Maxillofac Pathol. 2010;14:59-62.

4. Moosvi Z, Kumar GS, Tayaar S. Neoplastic potential of odontogenic
cysts. Contemp Clin Dent . 2011;2(2):106-9.

5. Tekade S, Managutti S, Wanjari S, Parwani R. Dentigerous cyst
associated with multiple complex composite odontomas. Contemp
Clin Dent . 2011;2(3):215-7.

6. Zhang LL, Yang R, Zhang L, Li W, MacDonald-Jankowski D, Poh CF,
et al. Dentigerous cyst: a retrospective clinicopathological analysis
of 2082 dentigerous cysts in British Columbia, Canada. Int J Oral
Maxillofac Surg. 2010;39(9):878-82.

7. Waldron CA, Koh ML. Central mucoepidermoid carcinoma of the
jaws: Report of four cases with analysis of the literature and discussion
of the relationship to mucoepidermoid, sialodontogenic, and glandular
odontogenic cysts. J Oral Maxillofac Surg . 1990;48(8):871-7.

8. Maxymiw WG, Wood RE. Carcinoma arising in a dentigerous cyst:

A case report and review of the literature. J Oral Maxillofac Surg .
1991;49(6):639-43.

9. Shukla S, Bargotva M, Singh S, Neha, Mehra P. Squamous cell
carcinoma arising in a dentigenous cyst- a case report. World J Pathol.
2014;8:1-3.

10. Bodner L, Manor E, Shear M, van der Waal I. Primary intraosseous
squamous cell carcinoma arising in an odontogenic cyst - a
clinicopathologic analysis of 116 reported cases. J Oral Pathol Med .
2011;40(10):733-8.

11. Gay-Escoda C, Camps-Font O, Lopez-Ramirez M, Vidal-Bel A.
Primary intraosseous squamous cell carcinoma arising in dentigerous
cyst: Report of 2 cases and review of the literature. J Clin Exp Dent.
2015;7(5):665-70.

12. Bradley N, Thomas DM, Antoniades K, Anavi Y. Squamous cell
carcinoma arising in an odontogenic cyst. Int J Oral Maxillofac Surg.
1993;22:260-3.

13. Waal IVD, Rauhamaa R, Kwast WAMVD, Snow GB. Squamous cell
carcinoma arising in the lining of odontogenic cysts. Int J Oral Surg.
1985;14(2):146-52.

14. Manganaro AM, Cross SE, Startzell JM. Carcinoma arising in a
dentigerous cyst with neck metastasis. Head Neck. 1997;19(5):436-9.

15. Gulbranson SH, Wolfrey JD, Raines JM, McNally BP. Squamous Cell
Carcinoma Arising in a Dentigerous Cyst in a 16-Month-Old Girl.
Otolaryngol-Head and Neck Surg. 2002;127(5):463—4.

16. van der Wal KGH, de Visscher JGAM, Eggink HF. Squamous cell
carcinoma arising in a residual cyst. [Int J Oral Maxillofac Surg.
1993;22(6):350-2.

17. Browne RM, Gough NG. Malignant change in the epithelium
lining odontogenic cysts. Cancer. 1972;29(5):1199-1207.
Available from: [ffps77dx.dor.org/T0.T00Z/T097-0T42(197205)79]
D<TT199-a1d-cncrZ8202905 1 1>3.0.Co2-11. Ao T TO027 109 7
P142(197205)29:53<1199::a1d-cncrze 2029051 1>3.0.co2-ml.

18. Borras-Ferreres J, Sanchez-Torres A, Gay-Escoda C. Malignant
changes developing from odontogenic cysts: A systematic review. J
Clin Exp Dent. 2016;8:622-8.

19. Marx RE, Stern D. Oral and Maxillofacial Pathology: A Rationale for
Diagnosis and Treatment. Chicago: Quintessence Publishing; 2003. p.
657-657.

20. Braimah R, Uguru C, Ndukwe K. Ameloblastic carcinoma of the jaws:
Review of the literature. J Dent Allied Sci . 2017;6(2):70-3.

Author biography

Babita Ratnakar Pawar Professor and Head
Shyam Sunder Salavadhi Associate Professor
Lubna Tabassum Siddiqui Assistant Professor

Saba Jabee Assistant Professor

Cite this article: Pawar BR, Salavadhi SS, Siddiqui LT, Jabee S.
Carcinoma arising from cyst: A rare entity. /P Int J Periodontol
Implantol 2020;5(2):87-89.



https://dx.doi.org/10.1002/1097-0142(197205)29:5<1199::aid-cncr2820290511>3.0.co;2-m
https://dx.doi.org/10.1002/1097-0142(197205)29:5<1199::aid-cncr2820290511>3.0.co;2-m
http://dx.doi.org/10.1002/1097-0142(197205)29:5<1199::aid-cncr2820290511>3.0.co;2-m
http://dx.doi.org/10.1002/1097-0142(197205)29:5<1199::aid-cncr2820290511>3.0.co;2-m

