Head and Neck Mycetoma
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Abstract
Two cases of eumycotic mycetomas in the head and neck region are reported. The first
case is the localized mycetoma which involved only the soft tissue of the neck. It was completely
excised and the patient needed no further treatment. In the second case, the lesion extensively
involved the structures in the parapharyngeal space, submandibular space and carotid sheath. The
upper limit is the skull base. The patient was treated by combination of wide excision with radial
forearm flap and antifungal agents, however, the prognosis is fair.

Mycetoma is a clinical syndrome of
localized, indolent, deforming, swollen lesions and
sinuses, involving cutaneous and subcutaneous
tissues, fascia and bone. It is an exogenous disease
in which an organism is implanted into the host
tissue through a break in the skin caused by a
sharp object, most commonly thorns(1,2),

Etiologic agents may be either bacteria
(actinomycotic mycetoma) or fungi (eumycotic
mycetoma). With the exception of Actinomyces
israelli all are soil saprophytes or plant pathogens

and gain entrance to the dermis through abrasion or
implantation(1).

Endemic areas are the mycetoma belt
between latitudes 15°S and 30°N (Sudan, Somalia,
Senegal, Mexico, India and Central and South
America). Other areas include the Mediterranean
region, Greece, Italy, Rumania, the Caribean Islands,
Cambodia and Iran. Cases are sporadically seen in
Europe and the United States(1.3). Four cases of
mycetoma of the foot with emphasis on roentge-
nological findings were reported in Thailand, how-
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ever, mycetoma in the head and neck has never
been reported(4). There has been no report of
the effect of spread of human immunodeficiency
virus infection in Africa on the incidence of the
disease(3).

We present herein two cases of eumyco-
tic mycetomas in the head and neck region.

REPORT OF CASES
Case 1

A 44-year-old Thai female presented with
a slow growing painless mass on the right side of
the neck of three months' duration. Physical exami-
nation revealed nontender ill defined matted masses
at the right supraclavicular region. They were firm
and slightly fixed to the overlying skin. Complete
excision was performed on Aug.16, 1989. Opera-
tive findings were three matted lymph nodes con-
taining black granules, however, the culture dis-
closed no growth. The patient received no further
treatment and recurrence has not been observed.

Case 2

A 45-year-old Thai male farmer from
Surin Province in northeastern Thailand was
first seen in Mar 1991 having a slow growing mass
on the left side of the neck for a month. Past
history revealed that he had had a left neck mass
removed at Surin provincial hospital four months
previously and was treated with an undetermined
antifungal drug.

Physical examination revealed a non-
tender, firm and nodular mass involving the left
submandibular region. Wide excision was per-
formed and the lesion was found containing black
granules. The section showed diffuse inflammatory
cell infiltration with a few foci of basophilic clumps
of organisms. The arrangement was similar to sun
ray appearence with a homogeneous density in the
center and radiating at the periphery. (Fig. 1, 2)
Identification of the causative agent was carried
out and the report was Madurella grisea. Postopera-
tively ketoconazole at the dose of 400 mg/day was
then administered for a month.

He was lost to follow-up and returned a
year later (Apr 1992) with a sinus tract. (Fig. 3)
He was then treated with fluconazole at the dose
of 200 mg/day for 5-6 months then lost to follow-
up again. In October 1995 he was treated as an
out-patient with itraconazole (Sporal)® at the
dose of 400 mg/day for 3-4 months.

J Med Assoc Thai December 1998

The section shows diffuse inflammatory
cell infiltration with few foci of basophilic
clumps of organisms The arrangement is
similar to sun ray appearance with a homo-
geneous density at the center and radiating
at the periphery. H&E 100 X

Fig. 2.

Special staining of the section with Gom-
mori methenamine silver demonstrates the
fungal hyphae and spores. GMS 400 X

The lesion continued growing and devia-
tion of the tongue was noted. M.R.I. on Feb. 1996
revealed the mass surrounded the carotid space,
extending to the parapharyngeal and sublingual
spaces, and had also infiltrated the left side of the
tongue, stylohyoid, sternohyoid and omohyoid
muscles. (Fig. 4)
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The patient with nodular infiltration and
two sinus tracts at left submandibular
region.

Fig. 4.

MRI showing the extent of the lesion.

The patient underwent wide surgical
excision with radial forearm flap. Operative find-
ings revealed the lesion extensively involved the
structures in the parapharyngeal space, submandi-
bular space and carotid sheath. The upper limit is
the skull base. Postoperatively additional ampho-
tericin-B was administered.

DISCUSSION

Clinically, mycetoma is characterized by
the triad of tumefaction, draining sinuses and grains.
The most common site is the foot; however, in
endemic areas other rarer sites may be affected.

HEAD AND NECK MYCETOMA

1021

In the endemic areas, e.g. Sudan, Senegal and
Mexico 2-3.75 per cent involved the head and
neck. In the head and neck region they must be
differentiated from actinomycosis, botryomycosis,
chronic osteomyelitis and tuberculosis(1,2).

This lesion may involve connective tissue
and bone, but tendons, muscles and nerves are
usually spared(5). In our second case the hypo-
glossal nerve as well as other soft tissues were
involved.

Grossly, actinomycotic agents are more
likely to disseminate and produce extensive in-
volvement of bone and muscle than the eumycotic
agents. Actinomycotic mycetomas also have a
more persistent pyogenic reaction and more com-
monly involve the head and neck region; most
commonly, the mandible(3).

Diagnosis can be made by histological
examination of the surgical specimen using hema-
toxylin and eosin or periodic acid-Schiff stains to
identify the causal organism and demonstrate the
type of local tissue reaction against it. Confirmation
is possible by demonstrating significant levels of
antibodies against the different types of causal or-
ganisms by counter-immunoelectrophoresis, immu-
nodiffusion or enzyme-linked immunoabsorbent
assay(3).

The majority of head and neck mycetoma
are caused by actinomycetes, particularly S. soma-
liensis followed by A. madurae, A. palletieri and
M. mycetomatis(2). The causative organism in our
first case could not be identified and the second
case revealed Madurella grisea, however, the num-
ber of our patients is small.

In regard to prognosis; actinomycotic
disease is more amenable to treatment than are
eumycotic mycetomas. Treatment consists of spe-
cific medical treatment and conservative surgery;
radical surgery is the last resort. Specific medical
treatment for actinomycotic mycetoma includes
antibiotics and some antimicrobial agents. Ampho-
tericin-B is ineffective in controlling eumycotic
mycetoma. Two new medications in use are fluco-
nazole and itraconazole(1.5).

In the second case, the causative fungus
was Madurella grisea. The recommended treatment
for localized eumycetoma due to M. grisea is sur-
gical excision supplemented by antifungal agents(2).
A team approach is required, with detailed discus-
sion among the surgeon, infectious disease physi-
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cian, pathologist, and microbiologist(3). Our second  nazole as well as conservative surgery but did not
patient received antifungal medications which respond well. Extensive surgery was then per-
included amphotericin-B, fluconazole and itraco- formed; however prognosis is still guarded.

(Received for publication on April 29, 1997)
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