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manipulations of the chest tube (regarding suction) made
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toward inducing the change in position can only be surmised, .
as can the importance of the patient's underlying 'disease.
The change in position was marked by distinct clinibal imd
radiologic changes, and the patient responded' ·weD .td
removal of the chest tube and therapy with broad-spectrum
antibiotics.
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Pulmonary Sporotrichosis Treated
With Itraconazole*
]ames L. BreeZing, M.D.; and Louis l\i!instein, M.D., Ph.D.

A 62-year-old woman had chronic cavitary pulmonary
sporotrichosis refractory to medical management over an
8-year period. She was treated with oral itraconazole and
had an apparent microbiologic and clinical response; however, the patient succumbed to progressive pulmonary
hypertension. The early use of oral itraconazole for treatment of pulmonary sporotrichosis is advocated.
(Chut 1993; 103:313-14)

P

ulmonary sporotrichosis is a rare disease. Rippon· reported about 150 cases in the literature in 1988. We
describe a case of chronic cavitary disease caused by
pulmonary sporotrichosis that responded to itraconazole
after being refractory to medical management for 8 years.

FIGURE 1. Chest radiograpb of patient in 1990.
cultures remaining positive. Sbe was placed on therapy with a
saturated solution of potassium iodide (SSKI), 75 drops per day,
from 1983 until 1986 and received ketoconazole concurrently with
SSKI in 1985 and 1986. Cultures of sputum remained positive, and
therapy with SSKI and ketoconazole was stopped, since the patient
had become permanently bypothyroid.
The patient referred berself to Brigham and \\bmen's Hospital in
1990. At that time, she had lost 25 percent ofber ideal body weight
and had a chronic productive cough and low-grade fevers. Pbysical
examination showed 4 + clubbing of the digits, a loud pulmonary
component of the second beart sound, and ampboric breath sounds
at both lung apexes. Tbe chest radiograpb revealed marked apical
cavitation and a nodular infiltrate (Fig 1). Cbest computed tomograpby confirmed the fibrosis and retraction of the remaining lung
(Fig 2). A culture of sputum was positive for Sporothrix Bchenckii.
The patient was placed on therapy with itraconazole Oanssen),
200 mg per os twice daily; and after 1 month a serum level of 4.5
....g/ml was measured 2 hours after the dose. She was treated for 12

CASE REPORT

A 62-YeaM>ld woman first sought medical attention in 1982 for a
2-year bistory of bemoptysis and dyspnea on walking up 4 flights of
stairs. Her last reported cbest x-ray film in 1975 was normal, but
ber initial cbest radiograpb sbowed bilateral apical cavitary disease.
Sbe bad smoked 2 packs per day since the age of 14 years. Her
father died of pulmonary tuberculosis. A first and second strength
purified protein derivative of tuberculin test was negative in 1982,
and three smears for acid-fast bacilli were also negative. Bronchoscopy was performed in October 1982, and pulmonary sporotrichosis
was diagnosed. Between October and December, the patient
received ampbotericin B in a total dose of 1,981 mg, with sputum
*From the Infectious Disease Division, Brigham and \\bmen's
Hospital, Boston.
Reprint requests: Dr. Breeling, lnfectiow Disease DivisWn, Brigham
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FIGURE 2. Computed tomogram of chest in 1990, sbowing large
apical buUae and fibrotic scarring of remaining lung with nodular
infiltrate.
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months without toxic effects, and cultures of sputum became
negative after the fOurth month. The patients functional status
stabilized, and she regained most of her lost weight. UnfOrtunately,
she died from progressive pulmonary hypertension in June 1991.
DISCUSSION

Sporotrichosis is most often acquired as a primary infection from the inhalation of conidia. Two radiologic patterns
are recognized: (1) involvement of the tracheobronchial
lymph nodes; and (2) chronic cavitary disease. This patient
represents an 8-year coone of chronic cavitary disease with
fever, cough, malaise, weight loss, and nodular apical masses
associated with thin-walled cavities, 6brosis, and pleural
thickening. Her smoking history is consistent with other
reported cases and seems to confer susceptibility to infection. Although her history of exposure to tuberculosis was
strong, she was repeatedly evaluated for tuberculosis over
the 8-year period, and all cultures were negative.
Medical treatment of chronic cavitary pulmonary sporotrichosis has been unsatisfactory. I Unlike the cutaneous form
of the disease, SSKI usually is ineffective. Amphotericin
alone, even in doses greater than 2 g, has been associated
with failure, especially if surgical resection cannot be
performed. Most reviews emphasize that surgical removal
of the infected tissue has proven to be the most effective
therapy.3
The use of azole antifungal agents for sporotrichosis has
met with partial success for cutaneous disease but not for
pulmonary disease. Calhoun et al' reported that 8 of 11
patients with deep-seated sporotrichosis (no pulmonary
cases) had a response to ketoconazole, 400 to 800 mgday,
when treated for more than 1 year. Dall and Salzmans
reported failure of ketoconazole in chronic pulmonary forms
of the disease.
Itraconazole is an investigational triazole antifungal agent
with in vitro activity against sporotrichosis at achievable
serum levels. Restrepo et ale treated 17 patients with
lymphocutaneous disease with 100 mgday for an average of
115 days. All had resolution of their disease. Lavalle et al7
and BoreUi& also reported success with itraconazole in
cutaneous or deep subcutaneous disease. Baker et ate
reported a case of fungemia with an amphotericin B-resistant
isolate of S 8chenckii that responded to itraconazole. We
believe that this is the first case of chronic cavitary disease
caused by S 8chenckii to be treated with itraconazole, with
apparent microbiologic response, as gauged by the sterilization of sputum cultures, and a clinical response, as gauged
by the patient's subjective recovery and gain in weight;
however, by the time she received this agent, irreversible
lung damage had occurred, and end-stage pulmonary hypertension prevented subsequent attempts at cure by surgical resection. \\e advocate early use of itraconazole in the
initial treatment of pulmonary sporotrichosis.
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Respiratory Dyskinesia Presenting
as Acute Respiratory Dlstress*
Matthew loonooich, M.D.;t RwseU Glantz, M.D.;*
Roger C. Bone, M.D., F.C.C.P.;§ and HJter Szfdon, M.D.§
Iucapacitating respiratory distress was the presenting manifestation of a choreiform movement disorder. Because the
patient also had asthma, respiratory distress was at 6rst
mistakenly attributed to this condition. Despite vigorous
asthma management, there was DO improvement. However,
once the neurologic condition was recognized, use of speci6c
therapy (haloperidol and reserpine) resulted in rapid and
sustained remission of respiratory symptoms.
(Chat 1993; 103:314-16)

A

case of severe respiratory dyskinesia is reported,
occurring in a patient who had asthma but who was
unaware that he also had mild limb and trunk chorea.
Involvement of respiratory muscles in chorea can lead to
severe respiratory distress' that can be effectively treated if
drugs directed at correction of the movement disorder are
employed. It is important to recognize this possibility to be
able to institute speci6c therapy.
CASE REPORT

The patient is a 35-yeaMlld black man who had a childhood
history of asthma that did not require continuous medication and
that disappeared during puherty. There was a history of minimal
cigarette smoking and substantial alcohol and intravenous opiate
use until approximately live years prior to hospital admission.
For the last three years, there had heen multiple attacks of severe
respiratory distress that were diagnosed as asthma and treated in
community hospital emergency departments. The patient had heen
hospitalized and intubated endotracheally four times. He was known
to have a hiatus hernia and took metoclopramide for two years prior
to our examination. Following an episode of upper gastrointestinal
tract bleeding and endoscopic demonstration of peptic esophagitis,
he underwent plication of the fundus. Control of gastroesophageal
reflux and its presumed role in exacerbation of asthma had heen
part of the rationale for the surgical intervention. During this
hospital admission, progress notes indicated, at times, the presence
of expiratory wheezing but, by and large, chart entries emphasized
*From the Departments of Medicine and Neurology, Rush-Presbyterian-St. LUke's Medical Center, Chicago.
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