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Summary 
A case of calcifying odontogenic cyst is rcported in 
which the lesion recurred after almost 7 years. We 
would advise a long-term follow-up for patients with 
this lesion. 
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Introduction 

Since the description of the calcifying odontogenic 
cyst as a specific entity by GorIin et al. (1962) 
numerous cases have been reported which have 
been the subject of extensive reviews (Fejerskov 
and Krogh 1972; Altini and Farman 1975; Freed- 
man et al. 1975). Mos t  authors agree that  the 
calcifying odontogenic cyst is a benign lesion 
which should be treated by simple enucleation. In 
spite of this, recurrence is possible as we observed 
recently. This report  presents a case in which 
recurrence of a calcifying odontogenic cyst occur- 
red after almost 7 years. 

Report of Case 

In January 1972 a 78-year-old Caucasian male 
presented at the Depar tment  of Maxil lo-Facial  
Surgery of the Utrecht University Dental Institute. 
He complained of a swelling in the left mandible of 
2 years duration.  Intra-oral  examinat ion revealed 
a fluctuant mass 3 cm. in diameter which was 
painful on palpat ion.  Radiographs (Fig. 1) showed 
a radiolucency between the cuspid and first molar 
tooth. A prel iminary diagnosis of residual cyst was 
made. 
At operat ion a fluid-filled sac was removed by 
enucleation and the defect was sutured. Post- 
operative infection necessitated removal of the 
sutures and the defect was packed, after which 
healing was uneventful. 
Microscopic examinat ion of the removed tissue 
showed a fibrous cyst wall lined by an irregular 
stratified squamous epithelium. Within and on the 
surface of the epithelium were foci and sheets of 
ghost epithelial cells (Fig. 2). In some places these 

Fig. 1 Panoramic radiograph demon- 
strating radiolucency in the left mand- 
ible. January 1972. 
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Fig, 2 Photomicrograph of representative portion of 
tissue removed in January 1972. Well defined amelo- 
blastqike basal layer and ghost cells can be observed 
as well as masses resembling dentinoid within the 
epithelium. (H.E. x 96.) 

ghost cells were surrounded by an inflamed con- 
nective tissue containing foreign body giant cells. 
The basal cells of the epithelium were columnar 
and showed palisading. A few epithelial nests were 
also present in the underlying fibrous tissue at 
some distance from the epithelial surface of the 
cyst. Homogenization of the mesenchyme in thc 
vicinity of tall cylindrical epithelium and areas of 
eosinophilic material resembling dentinoid were 
also noted. These features were all consistent with 
a diagnosis of calcifying odontogenic cyst. 
In December 1978, the patient, now aged of 84 
returned with complaints essentially similar to 
those of January 1972. tntra-oral examination 
revealed a fluctuant lesion in the left mandible and 
the radiograph showed a radiolucency in the samc 
area (Fig. 3). The lesion, a fluid-filled sac, was 
removed by enucleation and the bony defect was 
packed. Healing was uneventful. 
Microscopic examination of the removed tissue 
showed structures identical to those observed pre- 
viously (Fig. 4) and again a diagnosis of calcifying 
odontogenic cyst was made. 

Discussion and Conclusion 

As excellent review articles about the clinical and 
histopathological features of the calcifying odon- 
togenic cyst have been published recently by 
Fejerskov and Krogh (1972), by Altini and Farman 
(1975) and by Freedman et al. (1975) we will only 
pay attention to the peculiar feature of this case, its 
recurrence. 
Recurrence of a calcifying odontogenic cyst is 
highly unusual. Only two other recurrent cases 

Fig. 3 Panoramic radiograph demon- 
strating radiolucency in same area of 
left mandible as almost 7 years previ 
ously (December 1978), 
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have been reported in the literature, one by Gorl in  

et al. (1962) and the other by S w i n s o n  (1976). 
Since the original description of the calcifying 
odontogenic cyst by Gor l in  et al. (1962) it has 
been realized that in many odontogenic lesions, 
structures which are consistent with calcifying 
odontogenic cyst are present (Praetor ius  1975). 
Therefore, when encountering a case of recurrent 
calcifying odontogenic cyst, one has to exclude the 
possibility that one is in fact dealing, for example, 
with an ameloblastoma, for in that case recurrence 
of the lesion after enucleation is not surprising. In 
our case no histomorphological features of any 
other odontogenic lesion were present, The mor- 
phology was solely that of a calcifying odon- 
togenic cyst (Fig. 2, 4). 

The authors who have reviewed the calcifying 
odontogenic cyst are all of the opinion that simple 
enucleation is an adequate treatment. They report, 
however, a follow-up of 1-3 years. Our case 
showed a recurrence after almost 7 years, There- 
fore we would advise that these patients be fol- 
lowed-up for many years in order to determine the 
long-term recurrence rate. Moreover, this recur- 
rence is further evidence of the neoplastic nature of 
this lesion which should be classified as a tumour 
instead of a cyst as already proposed by Fejer skov  

and Krogh  (1972) and by F r e e d m a n  et al. (1975). 

Addendum during correction 

Since this paper was submitted, another case of 
recurrent calcifying odontogenic cyst has been 
reported by D o n a t h  et al. (1979. 
(Donath, K., V. Kleinhans, K. K. H. Gundlach: 
Zur Pathopgenese der kalzifizierenden odontoge- 
nen Zyste (Gorlin-Zyste). Virchows Arch. A Path. 
Anat. and Histol. 384 (1979) 307). 
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