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ABSTRACT

A woman in her 70s with a 20-year his-
tory of postoperative edema and repeated cel-
lulitis after surgery and chemotherapy for ovar-
ian cancer presented with pain, redness, and
swelling in her left lower leg. She was admitted
with dehydration, disorientation, and elevated
inflammation. After antibiotic treatment, red-
ness of the lower extremities gradually im-
proved. However, the patient complained of
severe back pain after 10 days of treatment.
Computed tomography (CT) revealed an ab-
scess of the right pisiform muscle and patient
was diagnosed with pyomyositis of the pirifor-
mis muscle. On hospital day 18, CT-guided
percutaneous drainage of the abscess was
performed. At the 6-month follow-up, there
was no recurrence of the abscess. It is difficult
to diagnose pyomyositis of the piriformis mus-
cle via physical examination. This extremely
rare case involves pyomyositis of the piriformis
muscle as a result of cellulitis due to lymphede-
ma. If antibiotic treatment for cellulitis in a
patient with lymphedema is unsuccessful and
severe pain persists, early imaging diagnosis
should be considered.

Keywords: pyomyositis; lymphedema; piri-
formis muscle

INTRODUCTION

Pyomyositis of the piriformis is a rare
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disease secondary to bacteremia. Patients with
lymphedema often develop cellulitis which in
mild cases is relieved with oral antibiotics.
However, septic shock can occur in some cases,
requiring intensive care (1).

We present a case in which antibiotic
therapy improved cellulitis of the lower ex-
tremities, but pain persisted leading to diag-
nosis of pyomyositis of the piriformis muscle
secondary to cellulitis. This case is an extreme-
ly rare case of lymphedema-associated celluli-
tis followed by an abscess.

CASE PRESENTATION

The patient was a woman in her 70s with
International Society of Lymphology (ISL)
stage III secondary lymphedema of the lower
left extremity. Twenty years prior, she had un-
dergone abdominal total hysterectomy, bilat-
eral salpingo-oophorectomy, pelvic and para-
aortic lymph node dissection, and postopera-
tive chemotherapy for ovarian cancer. She had
experienced edema since operation, which
worsened over the past two years, and she had
repeated cellulitis in her left lower extremity.
She had a medical history of systemic lupus
erythematosus (SLE) and Sjégren syndrome
and has undergone long-term administration
of prednisolone (5 mg). As the next step in
treatment, lymph node transfer was consid-
ered owing to recurrent cellulitis.

At the time of the initial consultation, the
patient had stiff edema of her entire left lower

Reproduction not permitted without permission of Journal LYMPHOLOGY.



30

Fig. 1. Computed tomography (CT) of lower extremity. Extensive subcutaneous tissue swelling and high dense
adipose tissue were noted which is indicative of cellulitis.

extremity and was diagnosed with ISL stage
II1 lymphedema. Lymphoscintigraphy showed
dermal backflow localized to the lower leg,
which was classified as Maegawa classification
type 4 (2).

As a first step in lymphedema treatment,
lymphaticovenular anastomosis (LVA) was
performed. LVA can improve the patient's
condition with a small incision, even in severe
lymphedema cases, if lymphatic vessels with
good function can be identified (3). Therefore,
although the likelihood of improvement with
LVA in this patient was low, we decided to
proceed with LVA first as a less invasive ap-
proach. In this case, the functional lymph
vessels were degenerated, and the procedure
was not effective. During outpatient follow-
up, the patient presented to our clinic with
fever, swelling of the lower extremities, and
cellulitis. She was diagnosed with recurrent
cellulitis and was admitted to our outpatient
clinic. Physical examination revealed disorien-
tation with temperature of 36.7°C and blood
pressure of 88/55 mmHg. She presented with
erythema, swelling, and pain in the entire left
lower extremity with lymphatic leakage in the
lower leg.
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Investigations

Blood samples showed a markedly
elevated inflammatory response with white
blood cell counts 11.5x10™ /uL, C-reactive
protein 46.58 mg/dL, and decreased renal
function with blood urea nitrogen 72.9 mg/dL
and creatinine 2.20 mg/dL. Computed tomo-
graphy (CT) demonstrated extensive subcuta-
neous tissue swelling and a high density of
adipose tissue in the left lower extremity, in-
dicative of cellulitis (Fig. 1). As there were no
obvious abscesses or gas, the patient was ur-
gently admitted to the hospital with a diag-
nosis of prerenal renal failure due to cellulitis,
sepsis, and dehydration with swelling in the
left lower extremity.

TREATMENT

The patient was treated with 3.0 g x
3/day of sulbactam ampicillin. Gradually, ery-
thema of the lower extremities improved, and
cephazolin-sensitive Staphylococcus schleiferi
was detected in blood and wound cultures. On
the 5th day of hospitalization, the patient was
switched to 2 g x 2/day of cephazolin. How-
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Fig. 2. Computed tomography (CT) of pelvic area. (a) The abscess is confirmed within the right pisiform muscle
(circle) diagnosing pyomyositis of the piriformis muscle. (b) After discharge, the abscess observed during hospitali-

zation disappeared.
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ever, on the 6th day of hospitalization, the pa-
tient developed worsening redness of the left
lower extremity, intermittent fever of approxi-
mately 39°C, and complaints of back pain;
therefore, antibiotics were switched back to
sulbactam ampicillin (3.0 g x 3/day).

On the 10th day of admission, the pa-
tient's left lower extremity erythema had
improved; however, intermittent fever and
back pain persisted, severely limiting her
mobility. Contrast-enhanced CT was per-

Permission granted for single print for individual use.

formed to evaluate the abscess formation,
including pyogenic spondylitis. A low-ab-
sorption area was found within the right
pisiform muscle, and pyomyositis of the
piriformis muscle was diagnosed (Fig. 2a).
On day 18 of hospitalization, CT-guided
percutaneous drainage of the abscess was
performed, which resulted in marked
improvement in pain, and patient was
discharged from the hospital. (Fig.3)
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Outcome and follow-up

After discharge, the inflammation im-
proved and abscess observed during hospital-
ization disappeared (Fig. 2b). Vascularized
lymph node transfer was performed after dis-
charge. One year later, cellulitis and abscess
did not recur.

DISCUSSION

Pyomyositis of the piriformis muscle is
one of the rarest forms of pyomyositis and is a
subacute infection of the muscle. Most patients
(72%) present with fever, 40% with difficulty
walking, and 32% with buttock pain as subjec-
tive symptoms; however, all symptoms are
nonspecific and often difficult to diagnose (4).
Sepsis can occur secondary to pyomyositis,
especially in the case of a piriformis abscess,
which is caused by the excessive use of pelvic
muscles (5-7), gynecological surgery (8), poor
posture (9), and Crohn's disease (10). How-
ever, to the best of our knowledge, there have
been no reports of pyomyositis of the pirifor-
mis muscle secondary to cellulitis in patients
with lymphedema. The risk of cellulitis is 70
times higher in patients with lower extremity
lymphedema than in those with healthy lower
extremities (11). In addition to lymphedema,
cellulitis occurs owing to skin injuries and tin-
ea pedis (11-13). The most common bacteria
associated with cellulitis are 3-hemolytic strep-
tococci and Staphylococcus aureus (14). Cellu-
litis often resolves with antibiotics, cooling,
and rest. However, in rare cases, it can become
severe owing to septic shock. The CREST
classification is a known severity scale for cel-
lulitis, and this case was judged to be Stage IV
because it was accompanied by sepsis (15).

Based on these findings, the present case
is extremely rare. However, muscle abscesses
occur in patients on long-term steroid therapy
in immunocompromised conditions such as
human immunodeficiency virus infection,
malignancy, or rheumatic diseases (16, 17).
The organisms responsible for abscesses were
staphylococci (61%), gram-negative rods
(16%), streptococci (12%), and 2% fungi (18).
In this case, S. schleiferi, which is rare in
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humans except in the immunocompromised
was detected. This patient was on steroids for
SLE and Sjogrens syndrome. Not only did the
lymphedema contribute, but prolonged steroid
therapy may have also weakened the patient’s
immune system. This weakness may have been
a factor in the development of this uncommon
muscle abscess.

These conditions may have contributed
to the rarity of this disease. An abscess that
was not observed on CT upon admission ap-
peared during the course of the patient's ill-
ness, suggesting that the patient developed
cellulitis owing to lymphedema, which led to
sepsis and pyomyositis of the piriformis mus-
cle. In this case, percutaneous drainage al-
lowed for early symptomatic improvement.

Therefore, this possibility should be con-
sidered if back pain persists after lymphedema
cellulitis. Imaging studies such as CT and
magnetic resonance imaging (MRI) should be
performed as soon as possible, and drainage
should be performed if an abscess is present.
The piriformis muscle stretches between the
thigh bone and the spinal column and can trap
the sciatic nerve. As a result, sciatic pain
caused by piriformis syndrome can sometimes
be mistaken for other conditions. Additionally,
there is a possibility of pyomyositis in cases of
piriformis syndrome. Therefore, imaging stud-
ies for back pain are valuable. MRI is useful
for early detection and should be considered
(19). Howeyver, at our hospital, CT scans were
more readily ordered; thus, we opted for a CT
scan instead of an MRI.

CONCLUSION

Here, we report a rare case of pyomyositis
of the piriformis muscle secondary to cellulitis
in a patient with lymphedema. It is difficult to
distinguish pyomyositis of the piriformis
muscle from other types of abscesses through
physical examination alone. Early imaging
should be considered when antibiotic therapy
for cellulitis in patients with lymphedema is
unsuccessful and new symptoms develop.
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