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Childhood odontogenic myxoma: report of two cases
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Abstract
The rare occurrence of an odontogenic myxoma in two

8-year-old girls is reported. Histological examination
substantiated the differential clinical diagnosis. The mode
of surgical treatment is discussed.

o<"dontogenic myxoma is an uncommon tumor,
seldom encountered in patients before the second
decade of life, and then rarely in females.1'3 It gen-
erally is assumed that this neoplasm originates in the
primitive mesenchymal portion of the tooth fol-
licle.4"8 The tumor proliferates slowly, but owing to
its local aggressiveness" and high rate of recurrence,
some recommend radical management.9' I0 The fol-
lowing is a report of the unusual finding of an odon-
togenic myxoma in the mandible of 2 girls under the
age of 10. The preoperative diagnosis and surgical
treatment are discussed.

lateral incisor to the lower right first molar. The sec-
ond primary lower molar partially was covered by the
growth, which had expanded buccolingually, reach-
ing a diameter of 5 cm. There were clearly discernable
bite marks on its upper surface (Fig 1).

Radiographs revealed a radiolucent area sur-
rounded by a distinct and delicate radiopaque border.
The osteolytic lesion had dislocated the tooth follicle
of the permanent canine toward the lower border of
the mandible, while the first and second premolars
were deviated distally with no evidence of root re-
sorption (Fig 2). The occlusal radiograph revealed a
widening of 3 cm between the lingual and buccal plates
(Fig 2).

Clinically, the mass presented with an unbridled
growth pattern, but its behavior and the radiographic
findings suggested a benign tumor. Histological ex-
amination of the substance obtained by incisional bi-
opsy revealed stellate-shaped cells in light basophilic,

Patient 1

An 8-year-old girl was referred to the oral surgery
clinic because of a large swelling on the right side of
her face. The swelling had started 9 months prior,
gradually increasing in size. The lower right primary
canine and first molar had been extracted by her den-
tist about 1 month earlier, but there was no clinical
improvement.

Physical examination showed a healthy and well-
developed girl. Extra orally, her face was asymmetric
due to a large swelling in the right mandible. The
swelling was hard to the touch, of normal tempera-
ture, and the overlying skin had no discoloration.
The patient did not complain of pain or loss of sen-
sation. Intraorally, a large exophytic, cauliflower-like
mass coated with fibrin extended from the lower right

Fie 1. Large exophytic cauliflower tumor in the right mandible
indentated by the upper teeth (Patient 1).
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mucoid material (Fig 3) covered with dense connec-
tive tissue and stratified squamous epithelium, find-
ings that are indicative of an odontogenic myxoma.

The patient was hospitalized, and under general
anesthesia, the tumor — including the attached teeth
and tooth follicles — was enucleated. Since this type
of tumor is locally invasive, the bone surface and the
soft tissues surrounding the operative site were elec-
trocoagulated. The mass was soft in consistency and
fibrin coated. Histological examination confirmed the
findings of the preoperative biopsy sample. The pa-
tient was followed for 1 year, during which time there
was no recurrence of the myxoma (Figs 4,5). After
that time, the patient failed to return for further fol-
low-up visits.

Patient 2

An 8-year-old girl visited the oral surgery clinic be-
cause of a swelling in the right mandible of 3 months'
duration. There were no complaints of pain or loss
of sensation. Extraorally, a firm swelling was pal-
pated; temperature and overlying skin color were
normal. Intraoral examination revealed buccal expan-
sion in the premolar region of the right mandible.
The oral mucosa covering the growth was nonulcer-
ated and normal in color and consistency. The man-
dibular radiograph showed a radiolucent area bordered
by an indistinct outline. Both premolar tooth follicles
were dislocated inferiorly and distally. The roots of
the primary second molar were mildly resorbed. Buc-
cal and lingual cortices were expanded but intact (Figs
6,7). Clinically, the lesion appeared benign, without
evidence of invasion beyond its osseous confines.

Radiographic evidence was consistent with either
a benign tumor (such as a giant cell granuloma, ame-
loblastoma, or myxoma) or an odontogenic cyst. A
mucoperiosteal flap was raised, exposing the bone
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FIG 3. Myxomatous tissue demonstrating stellate-shaped cells
in mucoid material (Patient 1.) H & E stain, original magnifi-
cation 520x.

FIG 4. Radiograph of right lower mandible 1 year postopera-
tively, showing bone regeneration with partial remodeling
(Patient 1).

FIG 2. Well-defined osteolytic lesion in the right mandible
causing dislocation of adjacent teeth (Patient 1).

FIG 5. Intraoral view 1 year postoperatively (Patient 1).

near the first and second left primary molars. Cloudy
liquid was aspirated from the lesion via a needle in-
serted through the cortical bone. The 2 primary mo-
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FIG 6. (left), 7 (right). Large radiolucent
area, including dislocated premolar
teeth, characteristic of dentigerous cyst
(Patient 2).
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FIG 8. Myxomatous tissue with islands of odontogenic epithe-
lium (arrows, Patient 2). H & E stain, original magnification
132x.

FIG 9. The excised tumor demonstrating the hollow center
(Patient 2).

lars were extracted and an incisional biopsy was
performed. The fleshy and red specimen appeared
consistent with an infected cyst or benign tumor. His-
tological examination demonstrated myxomatous tis-
sue containing islands of odontogenic epithelium (Fig
8).

The patient was admitted to the hospital and the
tumor, first permanent molar, and the 2 premolar
tooth follicles, were enucleated under general anes-
thesia. The exposed bone was electrocoagulated to
destroy any residual tumorous tissue. The canine,
which was beyond the confines of the lesion, was not
extracted. The center of the excised mass was hollow,
with irregular, liquefied walls, a picture analogous
with a centrally degenerated tumor (Fig 9). The his-
tology of the surgical specimen confirmed the find-
ings of the preoperative incisional biopsy.

The bone had regenerated fully 1 year postopera-
tively. The canine had erupted in its normal location,
while the second molar occupied the site of the ex-
tracted first molar. There is no recurrence of the tu-
mor 4 years postoperatively (Figs 10-12).

Discussion

Myxomas are nonencapsulated benign locally ag-
gressive tumors which may occur in both the soft
tissues and bone. Macroscopically, a myxoma ap-
pears as a mass of characteristically mucoid or slimy
material. Microscopically, as first described by Vir-
chow,12 it consists of stellate cells with long inter-
twining processes in an amorphous mucoid ground
substance.

Myxomas of the jaw rarely appear in other
bones.13-14 The association of the tumor with erupted
or missing teeth, the presence of cells resembling those
of dental papilla, and on occasion, of islands of odon-
togenic epithelium"- IS 16 are indicative of the odon-
togenic origin of the tumor. Nevertheless, the existing
ultrastructure studies of the tumor do not rule out
alternative origin completely (e.g., osteogenic).

The histogenesis of odontogenic myxoma is also
controversial. For example, some authors suggest that
the tumor is the consequence of myxomatous degen-
eration of fibrous stroma.17- I8 Others regard it as a
tumor of primitive mesenchyme, rather than a result
of a secondary change in some other tissue.11-19 An-
other theory considers the myxoma cell as an aber-
rant development of mesodermal cells into myxoblasts
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Fie 10. (left), 11 (right). Radiograph of
surgical area 4 years postoperatively
showing no recurrence of myxoma. Note
placement of second molar which has
erupted in the location of the first molar
(Patient 2).

Fie 12. Intraoral view 4 years postoperatively (Patient 2).

which actively secrete the myxomatous ground sub-
stance.16-20'22 Moreover, this secretion is suggested to
be a result of an inductive effect on the part of the
odontogenic epithelium.9-16

Odontogenic myxomas present an ambiguous clin-
ical picture. They may have the appearance of a ma-
lignant tumor — as in the first patient — or they may
manifest themselves as a typical, benign, odonto-
genic tumor as in the second patient. The tumor may
grow either slowly or appear as a sudden enlarge-
ment. It may expand the cortical bone (Patient 2) or,
occasionally, even penetrate the cortex of the bone
(Patient 1). Paresthesia or complete anesthesia may
occur.9-10-23

The radiographic findings of myxoma do not pre-
sent a uniform picture. Although a radiolucent mass
with trabeculae arranged like the strings of a tennis
racket may be typical for this tumor,24 it also appears
in other forms such as a mono- or multilocular lesion
or displays a honeycomb-like structure. The tumor
may cause dislocation or resorption of teeth, and may
expand or penetrate the cortical bone.24

Thus, both the clinical symptoms and radiographic
findings may be suggestive of either a benign lesion
or a malignant growth or even a cyst.17-25 This am-
biguity exhibited by odontogenic myxoma poses di-
agnostic and therapeutic problems. The two young

patients presented with monolocular cyst-like growths
lacking trabeculae in the lesion. In Patient 1, a giant
cell granuloma, ameloblastoma, myxoma, or other
benign tumor all were considered in the clinical dif-
ferential diagnosis, while in the second patient the
presence of the fluid in the lesion led to the mistaken
diagnosis of a cyst. The cloudy fluid was the result
of central degeneration of the tumor which, in turn,
could have been the consequence of severe metabolic
disturbance of the tumor cells.22 In both patients, the
diagnosis of odontogenic myxoma was established
only upon histological examination of the preopera-
tive incisional biopsies.

Although myxoma may occur at almost any age,
and exceptional cases involving young patients have
been described,9-24-26 it is encountered infrequently
during the first decade of life, especially in females.1

In the majority of reports, the patients' ages ranged
between 30 and 50 years.22- 25- 27'29 The rare coinci-
dence of the young age and gender of the patients in
this study renders these cases noteworthy.

In spite of the abundant literature dealing with the
various aspects of odontogenic myxoma, the proper
course of treatment is still a subject of debate. (This
lack of consensus results from the inconsistent clini-
cal behavior of the tumor.) The variability of the rates
of recurrence quoted in the literature further indicates
the uncertainty regarding the ultimate treatment of
myxomas.1- " Whereas some authors recommend re-
section of the area of the mandible in which the tu-
mor, is located,9-28 others favor curettage.

In the two patients presented here, the tumor was
enucleated as one unit, including the involved tooth
follicle, while curettage and electrocoagulation of the
peripheral bone were performed as complementary
treatment to ensure complete removal of the tumor-
ous tissues. The satisfactory results of an intact man-
dible and nonrecurrence of the tumor merit attention.
Furthermore, they suggest that the operative tech-
nique as applied in these two patients might be ap-
propriate in the treatment of odontogenic myxoma.

Dr. Nitzan is a lecturer, oral surgery, Dr. Gazit is an instructor,
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oral pathology, and Dr. Azaz is a professor, oral surgery, The
Hebrew University -- Hadassah Faculty of Dental Medicine, Je-
rusalem, Israel, POB 1172. Reprint requests should be sent to Dr.
Nitzan.
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