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ABSTRACT 
This report describes a case of multiple epulides which simultaneously occurred on the maxilla 

and the mandible of a 6-day-old female baby. The clinical findings, diagnostic procedure, surgi­
cal treatment, histopathology, and 2-year follow-up of this case are presented. Based on the 
clinicostatistical and histopathologic investigations with special reference to the pertinent Japanese 
literature, a possible histogenetic etiology of this entity is discussed. Any odontogenic compo­
nent might play an important role in the developoment of this tumor. This case of multiple 
epulides is considered to be very rare. 
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Congenital epulis is a rare soft tissue tumor 
which occurs on the alveolar ridge of the newborn. 
So-called congenital epulis has been generally 
regarded as a granular cell tumor. Since it was first 
described by Neumann14l, there have been scat­
tered case reports of this tumor. The lesion occurs 
more often in the alveolar region of the maxillary 
anterior tooth than in that of the mandibular tooth. 
It appears as a pinkish, pedunculated round mass 
without ulceration. Most of the cases are solitary, 
but few being multiple or multilobular. A rare case 
of multiple congenital epulides involving both the 
maxilla and mandible is reported with a review of 
the pertinent Japanese literature. Moreover, a pos­
sible histogenesis of this entity is suggested. 

Patient: The case is a 6-day-old female baby born 
after full-term pregnancy. Weight at birth was 
2988g. No abnormalities other than tumors of the 
oral cavity were found on physical examination. 
Findings at first examination: Three round 
tumors were observed. One was small, fingertip in 
size and was located with stalk on the anterior gin­
giva of the mandible; the other two on the right 
maxillary alveolar region were different in size (one 
being a red bean in size and the other being a soy­
bean in size). These pedunculated tumors were firm, 
pinkish and smooth in surface. The mandibular 
tumor protruded beyond the lips, due to its rela­
tively large size, but according to her mother it did 

Fig. 1. Preoperative view of the multiple congenital epulides 
A; Mandibular lump showing difficulty of the mouth closing due to its large size. 
B; Positional relation of triple epulides 
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Fig. 2. Gross appearance of the cut surfaces 

not interfere with her breathing and feeding (Fig. 
1). 
Clinical diagnosis: Probable congenital epulis. 
Surgical procedure and time course: Under local 
anesthesia with Lidocaine, complete surgical exci­
sion of the lesions was performed. Exposed bone 
surfaces were normal. The postoperative course 
was uneventful and uncomplicated. Two years 
follow-up showed neither recurrence of the lesion 
nor abnormal course. 
Gross findings: The surface of each tumor was 
smooth and round. The two tumors of the maxilla 
were partially connected at their bases. The cut 
surfaces of the three tumors were yellowish and 
homogeneous (Fig. 2). 
Histopathologic findings: Each tumor consisted of 
large polygonal cells which were filled with eo­
sinophilic fine granules and their nuclei were small. 
Almost no mitotic figures could be seen (Fig. 3). 
The overlying epithelia had become thin and flat, 
and groups of tumor cells were separated in places 
by fibrous connective tissues. In these connective 

Fig. 3. Large polygonal cells with eosinophilic fine granules, which features the lesions (A; HE x 100, 
B; HE x 200) 
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Fig. 4. Odontogenic cells adjacent to granular cells (A; HE x 50, B; HE x 100) 
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Table 1. Reports of congenital epulis in Japan 

Full papers Abstracts Total 

Sex fen1ale 14 16 30 
n1ale 0 4 4 

Location 
solitary n1axilla 10 5 15 

mandible 3 11 14 
m1tltiple nlaxi1Ia 0 1 1 

mandible 0 1 1 
multiple 1naxilla 

+ 1 2 3 
mandible (ours) 

tissues among the granwar cell nests, cell groups 
suggesting odontogenic origin could be seen in 
some parts (Fig. 4). The vascwarities were also 
prominent. 
Histological diagnosis: Congenital granular-cell 
epwis. 

DISCUSSION 
Webb et aJ2'1 have reported that the incidence of 

congenital epwis in females is about nine times 
higher than that in males and that the occurrence 
in the maxilla is about two times greater than in 
the mandible. Most appear as a single lesion, but 
rare cases of mwtiple lesions have been report­
ed1·2·4·15·201. It is a matter of interest that fill] 
papers on 14 cases3

M
3
•16•17•22l have been published 

in Japan, including the present case. All of these 
cases were famales. In ten cases, the lesion deve­
loped in the maxilla and in three cases in the man­
dible. Moreover, if abstracts are added, 34 cases 
have been reported in Japan in the past 54 years, 
as far as we know (Table 1). By sex, famales ac­
counted for 30 cases and males for 4 cases. The 
occurrence of this lesion in females was about 7 .5 
times more frequent than that in males. The reswt 
shows that this tumor is prone to develop more in 
females than males also in Japan. 

At present we have no hypotheses to account for 
female preponderance. The number of cases \\~th 
single lesion in the maxilla was 15 and that in the 
mandible was 14. The ratio of incidence of the le­
sion in the maxilla to that in the mandible was 
almost the same in Japan, but in other countries 
it occmred in the maxilla three times more often 
than in the mandible51. In Japan, mwtiple lesion of 
the maxilla and of the mandible have been report­
ed in one case, respectively (Table 1). To our 
knowledge, excluding the present case, two cases 
have been reported in which the lesion was ob­
served both in the maxilla and the mandible. Simi­
lar cases have also been reported in other 
countries1,15,20l. In our case, three tu1nors simu1~ 
taneously occuned both in the maxilla and the 
mandible. 

It is well knom1 that cases of mwtiple lesions are 
accompanied by respiratory and feeding diffi-

cwties'-'·'"201, but these can be resolved by smgical 
excisions. Fortunately, our patient did not have 
such disorders. 

It is yet unknown whether congenital epwis is a 
true neoplasm or not and whether it is similar in 
etiology and entity to granwar cell tumor of other 
sites. To date, the etiology of this lesion remains 
obscure and there are many hypotheses which sug­
gest odontogenic, fibroblastic, histiocytic, myoblas­
tic and/or neurogenic origins51

• Many reserchers 
have suggested that these tmnors are derived from 
malformed dental blastema and are embryonal 
hamartomas181

• We wowd concur that the odonto­
genic components might play an important role in 
the occurrence of this lesion, because this lesion de· 
velops only on the gum of the newborn. Epithelial 
islets are frequently seen in normal fetal alveolar 
mucosa, and odontogenic-like cell nests among the 
granular cells are often observed as in this patient. 
In fact, Sunderland et al'91 have reported that 
granular cells are associated with the enamel or­
gan of a developing tooth in a stillborn. This sug­
gests the possibility that the lesion cowd develop 
from an enamel bud, resulting in a similarity with 
a congenital epwis. Furthermore, it is well known 
that there is a resemblance between granular cell 
ameloblastoma and congenital epulis. If the origin 
of granwar cell is assumed to be the same as the 
degenerating changes found in granwar cell amelob­
lastoma, there would be no recmrence without com­
plete surgical excision and spontaneous regression 
\~ll have taken place in some cases4-'61. The natme 
and origin of this lesion cannot be fully explained 
only from these opinions. Further wtrastructural 
and immunohistochemical studies are needed in ord­
er to provide more comprehensive evidence. 

(Received August 3, 1989) 
(Accepted December 4, 1989) 

REFERENCES 
1. Blair, A.E. and Edwards, D.M. 1977. Cogenital 

epwis of the newborn. Oral Surg. Oral Med. Oral 
Pathol. 43: 687-691. 

2. Cigliano, B., Fazio, P.D., Esposito, P. and 
Insabato, L. 1985. Neonatal congenital epwis. Int. 
J. Oral Jl/Iaxillofac. Surg. 14: 456-457. 

3. Ebata, K., Shibata, M., Takahashi, Y. and Kaneda, 
T. 1988. A case report of gigantic congenital epu­
lis. Jpn. J. Oral Maxillofac. Surg. 34: 2271-2276. 
(in Japanese) 

4. Engelskirchen, R. and Pfisterer, H.G. 1980. Con· 
genital epulis - Report of a case of a so-called 
granular-cell myoblastoma in a ne\vborn. Laryngo1. 
Rhino!. Oto!. 59: 327-330. 

5. Fuhr, A.H. and Krogh, P.H. 1972. Congenital epulis 
of the ne\vborn: centennial revie\v of the literature 
and a report of case. J. Oral Smg. 30: 30-35. 

6. Fujii, K., Yoshida, H., Ohno, K., Saitoh, I{., 
.l\fichi, J{., Ueno, T., Ya1naguchi, A. and 
Tachika\va, 'r. 1982. A case of congenital epulis \Vith 



230 T. Ishikawa et al 

difficulty on nursing. Jpn. J. Oral Maxillofac. Surg. 
28: 1539-1544. (in Japanese) 

7. Ikeda, N., Hashimoto, 0., Kurita, K., Sugiura, l\f., 
Oriya, S., Shiraki, Y., Natsume, N., Hara, Y., 
Kawai, T., llfizohata, 111. and Kameyama, Y. 1984. 
Congenital epulis: Report of two cases. Jpn. J. Oral 
Maxillofac. Surg. 30: 1319-1323. (in Japanese) 

8. Ishii, H., Fujibayashi, T. and Itoh, H. 1978. Con· 
genital epulis: Report of a case. Jpn. J. Oral Maxil­
lofac. Surg. 24: 152-155. (in Japanese) 

9. Ito, K., Kameyama, T., l\Iorinaga, F., Takenaka, 
111. and Sujaku, C. 1976. Granular cell tnmor of the 
gingiva of a newborn: Report of a case. Jpn. J. Oral 
111axillofac. Surg. 22: 506-512. (in Japanese) 

10. Kameyama, Y., l\Iizohata, 1\1., Takehana, S., 
Murata, H., Manabe, H. and Mukai, Y. 1983. 
Ultrastmcture of the congenital epulis. Virchow 
Arch .. (A) 401: 251-260. 

11. Kohno, M., Itoh, T., Okabayashi, K. and 
Kawanaka, T. 1984. Congenital epulis (Congenital 
granular cell tumor)- A case report. Jap. J. Pedi­
at. Surg. 16: 1379-1384. (in Japanese) 

12. 1\lasuda, M., Furuya, M., Kataoka, T., Ohtani, T. 
and Komori, A. 1971. A case of congenital epulis. 
Jpn. J. Oral Maxillofac. Surg. 17: 524-527 (in 
Japanese) 

13. l\Iorita, T., Takaku, S., Sato, Y., Shimada, J., 
Komori, A. and Koike, M. 1983. Congenital epulis: 
Report of a case. Jpn. J. Oral Maxillofac. Surg. 29: 

2004-2008. (in Japanese) 
14. Neumann, E. 1871. Ein Fall von congenitaler Epu­

lis. Arch. Heilk. 12: 189-190. 
15. O'Brien, F.V. and Pielou, W.D. 1971. Congenital 

epulis: Its natural history. Arch. Dis. Child. 46: 
559-560. 

16. Ofuji, Y. and Sato, K. 1974. Congenital epulis: 
Report of a case. Jpn. J. Oral Maxillofac. Surg. 20: 
662-665. (in Japanese) 

17. Ogino, T., Tan, C., Kuwaza\va, T. and Ogiuchi, 
H. 1987. A case of congenital epulis. Jpn. J, Oral 
Maxillofac. Surg. 33: 1545-1547. (in Japanese) 

18. Shafer, W.G., Hine, 111.K. and Levy, B.111. 1983. 
A textbook of oral pathology. p.198-199. 4th ed. 
W.B. Saunders Company, Philadelphia. 

19. Sunderland, E.P., Sunderland, R. and Smith, C.J. 
1983. Granular cells associated with the enamel or­
gan of a developing tooth. J. Oral Pathol. 12: 1-6. 

20. Uglesic, V. and Bagatin, M. 1988. Congenital epu­
lis: A case report. Br. J. Oral Maxillofac. Surg. 26: 
237-240. 

21. Webb, D.J., Wescott, W.B. and Correl, R.W. 1984. 
Firm s\vel1ing on the anterior maxillary gingiva of 
an infant. J. Am. Dent. Assoc. 109: 307-308. 

22. Yamada, R., Okutomi, T., Nishikiori, ~f., 
Miyagishima, T., Takematsu, N. and Oka, N. 1979. 
Congenital epulis: Report of a case. Jpn. J. Oral 
Maxillofac. Surg. 25: 1178-1181. (in Japanese) 


