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Bronchocentric Granulomatosis in an B
. @ CrossMark
Immunocompetent Patient

Granulomatosis broncocéntrica en un paciente
inmunocompetente

Dear Director,

Aspergillus tracheobronchitis comprises less than 7% of pul-
monary aspergillosis cases.! It occurs most frequently in immuno-
compromised hosts and rarely in immunocompetent individuals.
The clinical manifestations of this infection are usually nonspecific,
and include cough, exertional dyspnoea, white or purulent sputum,
fever and wheezing.!

A 54-year-old female who had been suffering from allergic
symptoms (sneezing, red eye, rhinitis, unproductive cough, chest
discomfort and dyspnoea) for 6 months was admitted to our
hospital. Inhaled steroids and antibiotic therapy were initiated
due to suspicion of asthma and community-acquired pneumo-
nia; however, her symptoms worsened. To identify the underlying
pathology, thorax computed tomography (CT) was performed, and
plaques in the trachea and main bronchus were detected (Fig. 1A).
A rigid bronchoscopy was planned to ensure a patent airway and
evaluate the bronchial system because of her respiratory symp-
toms and the diffuse plaques and airway obstruction observed on
thorax CT. Mucoid impaction and numerous gelatinous whitish
plaques along the trachea and the right and left main bronchi were
observed (Fig. 1B). Pathological evaluation of the biopsy material
taken from the main bronchi and trachea revealed chronic inflam-
mation and fungal hyphae. A fungal culture yielded no growth.

Although the pathology was not confirmed, we made a presump-
tive diagnosis of bronchocentric granulomatosis and Aspergillus
tracheobronchitis based on her symptoms, discriminative bron-
choscopic findings and unresponsiveness to antibiotics. Differential
diagnosis was performed as the pathology was negative for can-
cer, lavage was negative for Mycobacterium tuberculosis and serum
was negative for anti-neutrophilic cytoplasmic antibodies (ANCA).
The patient was started on oral prednisolone due to her respira-
tory symptoms and tracheal lesions. Prednisolone was tapered after
7 days as the cough and dyspnoea had resolved. Galactomannan
levels were measured twice at a 1-week interval, and were 0.21
and 0.29 ng/ml; these are lower than the 0.5 ng/ml reference value
and so were accepted as negative. None of the specimens obtained
yielded fungal growth. After 1 month of treatment, surveillance
bronchoscopic examination revealed significant improvement in
the gelatinous whitish plaques in the trachea and main bronchi
(Fig. 1C). At the beginning of the treatment, her respiratory function
was as follows: FEV1 1.15 (51.8%), FVC 1.87 (71.6%) and FEV1/FVC
59%. These values improved after treatment to FEV 1.85 (84%),
FVC 2.40 (83.8%) and FEV1/FVC 76.2%. Prednisolone was stopped
and the patient has been followed up for 1 year without treatment.

By definition, bronchocentric granulomatosis is an abnormal
cell-mediated response to Aspergillus. A diagnosis of tracheo-
bronchial aspergillosis can be made when tissue histopathology
shows hyphae, with or without a positive culture for Aspergillus
from the same site. Aspergillus hyphae are identified in 40%-50%
of cases.? Aspergillus tracheobronchitis is diagnosed by one of the
following: histologic evidence of tissue invasion by Aspergillus in a
biopsy, histology suggestive of aspergillosis associated with posi-
tive culture of Aspergillus, clinical and radiological findings strongly

Fig. 1. (A) Plaques in the trachea by thorax computed tomography. (B) Mucoid impaction and gelatinous whitish plaques along the trachea and the right and left main
bronchus were observed by rigid bronchoscopy. (C) Surveillance bronchoscopic examination revealed a significant improvement in symptoms.
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suggestive of aspergillosis associated with microbiologic identifi-
cation in lavage fluid, or a positive galactomannan serum assay. !
A background inquiry revealed that the patient had moved to a
new house and received a large quantity of flowers before the
onset of her symptoms. Because the patient was not immunocom-
promised, a diagnosis of fungal tracheobronchitis was not initially
considered; this delayed the diagnosis by 6 months, which is in
agreement with the literature.? In immunocompetent patients, we
consider Aspergillus tracheobronchitis in the presence of numerous
gelatinous whitish plaques in the trachea and right and left bronchi.
In this case, the earliest indication of an Aspergillus infection was
mucoid impaction along the bronchus. Although hyphae were seen
in the biopsy, fungal cultures of sputum and respiratory secretions
were negative, and no galactomannan positivity was identified.
Mucoid impaction and bronchocentric granulomatosis are seen in
half of ABPA cases.* After failing to identify an alternative cause,
we interpreted bronchocentric granulomatosis in this patient as a
histopathologic manifestation of fungal hypersensitivity.*

Cases of bronchocentric granulomatosis are classified accord-
ing to the clinical presentation. The first subtype includes asthma
and atopy, while the second subtype is idiopathic; some case
reports suggest an association with other underlying diseases
such as bronchogenic carcinoma, post-radiation pulmonary fibro-
sis, rheumatoid arthritis, and granulomatosis with poliangeitis.*
Patients with the first subtype tend to be younger (20-40 years),
while non-asthmatic patients tend to be older (30-70 years). In our
case, atopy was the only co-morbidity.* Corticosteroids are effec-
tive mainly in patients with asthma and atopy.”® Corticosteroid
therapy was effective in our patient, and resolved all symptom:s.

In conclusion, bronchocentric granulomatosis caused by
Aspergillus tracheobronchitis should be considered in immunocom-
petent patients with tracheobronchial infiltrates on CT scan who
do not respond to inhaled steroids or broad-spectrum antibiotics.

Our patient yielded negative cultures and normal galactomannan
values, but tracheal involvement was suggestive of Aspergillosis
tracheobronchitis, and hyphae without tissue or vascular invasion
were identified in a biopsy. Therefore, recovery of fungal hyphae in
a biopsy specimen from an immunocompetent patient with atypi-
cal respiratory symptoms and CT findings should not be dismissed
as contamination.
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Tromboembolismo pulmonar como primera @

. .z . . CrossMark
manifestacion de un mixoma auricular
Pulmonary Thromboembolism as a First Manifestation of Atrial
Myxoma

Estimado Director:

Los mixomas auriculares son los tumores cardiacos primarios
benignos mas comunes. Su localizacién preferente es la auricula
izquierda y las manifestaciones clinicas pueden ser diversas con
sintomas constitucionales, secundarios a obstruccién del flujo
intracavitario a nivel de la valvula mitral y fenémenos embdlicos
sistémicos; no obstante, es excepcional que ocasionen fenémenos
trombéticos pulmonares'-3.

Mujer de 47 anos, fumadora de 20 paquetes/afio, sin otros
antecedentes patoldgicos de interés, que ingresé en Neumologia
por un cuadro de disnea a moderados esfuerzos, malestar general,
astenia, dolor pleuritico derecho y poliartralgias de aproximada-
mente 4 meses de evolucién. Desde hacia 4 dias presentaba
ademas fiebre y ligera expectoracién hemoptoica. En la explo-
racion fisica la saturacién de oxigeno basal era del 94%, FC 103
Ipm, PA 107/73 mmHg, con semiologia de derrame pleural a la aus-
cultacién. En la analitica solo destacaba una PCR elevada (95,7 mg/1)
y 18.500 leucocitos/mm? con neutrofilia. La radiografia de térax
mostraba una condensacién en el 16bulo inferior izquierdo con
derrame pleural asociado. Los hemocultivos, la microbiologia de

esputoy los antigenos en orina para neumococoy Legionella fueron
negativos. Se realiz6 una toracocentesis diagndstica que fue com-
patible con exudado neutrofilico no complicado con citologia para
células malignas y cultivos microbioldgicos negativos. Pese a inicia-
rse tratamiento antibiético empirico de amplio espectro, la paciente
presenté un empeoramiento clinico, hemodinamico y radiolégico,
con aumento del trabajo respiratorio, tendencia a la hipotensién
y ligera obnubilacién. Se realiz6 una angio-TAC toracica donde se
apreci6 un tromboembolismo pulmonar (TEP) bilateral, un defecto
de replecién en auricula izquierda y multiples opacidades bilat-
erales compatibles con infartos pulmonares. La eco-Doppler de
miembros inferiores descarté trombosis venosa profunda (TVP).

En el ecocardiografia se objetivé una masa de gran tamafio en
auricula izquierda (6,3 x 3,2 cm) que protruia en diastole hacia el
ventriculo izquierdo determinando una obstruccién al flujo de sal-
ida y signos de hipertensién pulmonar severa con presién sistélica
de la arteria pulmonar de 85 mmHg, con una fraccién de eyeccién
del ventriculo izquierdo estimada del 60% (fig. 1).

La paciente se trasladé ala Unidad de Cuidados Intensivos ante la
gravedad del cuadro clinico y la inestabilidad hemodinamica. Pos-
teriormente, la paciente empeoro significativamente y se contacté
con Cirugia Cardiovascular para la extirpacién de la tumoracién
intracardiaca. La anatomia patolégica de la pieza quirdrgica con-
firmé el diagnéstico de mixoma auricular. Tras la cirugia y el
tratamiento anticoagulante, la evolucién clinica fue muy satisfac-
toria; en la ecocardiografia de control desapareci6 la hipertensién
pulmonar y en la angio-TAC pulmonar se resolvieron los trombos
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