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has been proven effective for the control of infection and hemop-
tysis in the literature. An incision was made at the level of the
second rib and a fragment of bone was resected from the antero-
lateral portion of that rib. The walls of the cavity were debrided to
remove all the necrotic tissue, the interior was cleaned thoroughly
and the edges of the incision were invaginated into the cavity.
The cavity wound was treated with occlusive dressings of gauze
impregnated with amphotericin B applied via the cavernostomy,
intravenous amphotericin B was administered for 14 days, and neb-
ulized amphotericin B was maintained after discharge. Aspergillus
niger was isolated from the culture of the surgical sample, but post-
operative cultures were negative. The patient was discharged after
3 weeks in good clinical condition, and currently continues with
daily local treatment of the cavernostomy in the health center and
periodic follow-up by the Thoracic Surgery and Pulmonology ser-
vice.

The main problem encountered during follow-up has been the
persistence of air leaks from the cavernostomy (Fig. 1D) that has
prevented us from using negative pressure therapies, since they
would only worsen the leakage. We also ruled out performing
myoplasty to close the cavernostomy, as this procedure would
have been impractical due to the patient’s loss of muscle mass.
One option we considered was the use of endobronchial valves to
obliterate the bronchus or segmental bronchi affected by the per-
sistent air leak; however, the patient refused to undergo additional
procedures.

The literature on the surgical treatment of aspergilloma s essen-
tially based on case series. The most frequent indications for surgery
are hemoptysis refractory to conservative treatment and diagnosis
inasymptomatic patients. The most widely performed procedure in
all published series is lobectomy, followed by sublobular resection
and bilobectomy or pneumonectomy. Cavernoplasty or cavernos-
tomy is the last option in all reports, and has received little attention
in the literature. The postoperative complication rate is 20%-30%,
and immediate postoperative mortality is 5%-10%.>°

Cases series describing intracavitary administration of anti-
fungals and even removal of the aspergilloma using flexible
bronchoscopy have been published.'%1!

Lung resection, either in the form of pneumonectomy, lobec-
tomy, or wedge resection, is the technique of choice in patients
with good baseline status and acceptable surgical risk. Cavernos-
tomy can give adequate control of infection and hemoptysis, and
is an option in patients with high surgical risk, such as the case we
describe. However, it is not without complications, particularly
bleeding, and requires close, long-term monitoring with topical
treatment.'?
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Pleural and pericardial effusion as the only
manifestation of IgG4-related disease™ gt A

Pleural and Pericardial Effusion as the Only Manifestation
of IgG4-Related Disease

To the Editor

IgG4-related disease is a newly described clinical-pathological
entity that has a wide spectrum of clinical manifestations with

7 Please cite this article as: Tello-Sanchez M, Rodriguez-Duque MS, Loidi-Lépez
C, Martin-Arroyo ], Gonzalez-Gay MA, Novo MF-A. Derrame pleural y pericardico
como Gnica manifestacién de enfermedad relacionada con IgG4. Arch Bronconeu-
mol. 2020;56:597-599.

a common histopathology: dense lymphoplasmacytic infiltrate,
obliterative phlebitis and storiform fibrosis.! The pancreas, salivary
glands, and lymph nodes are the organs most frequently affected,
although almost any part of the anatomy may be involved.! The
most common thoracic manifestation is the presence of mediasti-
nal lymphadenopathies and pulmonary involvement that range
widely from localized lesions to diffuse lesions.? Pleural effusion
has been described in 4% of patients and pericardial effusion in 2%
of cases,® but these manifestations usually occur along with other
systemic presentations, and it is unusual to find them occurring in
isolation.*> We have recently had the opportunity to treat a patient
with a pleural and pericardial effusion who was diagnosed with
IgG4-related disease, and we believe that it would be interesting to
report the case.
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Fig. 1. A. Chest CT image showing left pleural effusion with pulmonary atelectasis. B. Pleural biopsy (hematoxylin-eosin) showing fibrohemorrhagic pleuritis with severe
mesothelial hyperplasia and dense plasmocellular infiltrate. C. Pleural biopsy (immunohistochemical staining for IgG) showing abundant IgG-type plasmocellular infiltrate.
D. Pleural biopsy (immunohistochemical staining for IgG4) showing marked increase in IgG4-producing plasma cells with areas of > 50 cells per high-power field and an

1gG4/1gG ratio of 49%.

Our patient was a 76-year-old woman who consulted with
general malaise lasting several months, and a 7 kg weight loss,
compounded in the last month with continuous non-radiating
epigastric discomfort and generalized weakness. She reported no
fever, cough or dyspnea at any time. She had been diagnosed with
breast cancer 22 years earlier, treated with simple mastectomy.
A recurrence 12 years later was treated with mastectomy and
lymphadenectomy, chemotherapy and hormone therapy, and sub-
sequent controls were normal.

On admission, the patient was afebrile, with blood pressure
135/70 mmHg and basal oxygen saturation 97%. Jugular venous
pressure and cardiac auscultation were normal and left hemi-
torax hypoventilation was noted. No adenopathies, hepatomegaly
or edema were detected. Chest X-ray showed massive left pleu-
ral effusion and transthoracic echocardiography showed a light
pericardial effusion with abundant fibrin, and no signs of cardiac
tamponade.

Laboratory tests, including blood count, biochemistry with
renal function, liver enzymes, proteins, albumin, calcium, TSH,
ACE, coagulation, urinalysis with urinary sediment and proteinuria
(45mg[24 h) were normal. The only remarkable values were ESR
68 mm and CRP 16 mg/dl.

Given the presence of pleural effusion of unknown etiology,®
a thoracentesis was performed that yielded serofibrinous pleural
fluid with 4.8 g/dl proteins, LDH 317 U/l and normal ADA. Gram
stain and pleural fluid culture were negative and cytology revealed
50% lymphocytes, with no malignant cells.

Chest-abdominal-pelvic computed tomography (CT) showed a
massive left pleural effusion with complete atelectasis of the cor-
responding hemitorax and mediastinal shift to the contralateral
side, minor right pleural effusion, and pericardial effusion. No pleu-
ral thickening, lymphadenopathies, or lung lesions were observed,
although a radiologically nonspecific hypodense left renal cor-
tical lesion measuring 3 x 2cm was detected. Positron emission
tomography was performed that showed only diffuse uptake in
the inflamed pleura and pericardium. Mycoplasma pneumoniae,
Coxiella burnetii, Legionella pneumophila, and HIV serologies and
QuantiferonTB® were negative. Antinuclear antibodies (ANA), anti-

neutrophil cytoplasmic antibodies (ANCAs), rheumatoid factor and
complement were normal. The proteinogram showed a double
monoclonal band in the beta-IgA lambdaregion of 0.8 g/dl, although
bone marrow biopsy ruled out myeloma and amyloid staining in
bone marrow and pleura was negative. Plasma levels in peripheral
blood (954 cells/mL) were slightly raised, normal IgG4 levels were
normal (90 mg/dl).

Video-assisted thoracoscopy was performed, revealing no
nodularity, hyperemic pleura, and no other significant lesions. No
clonal lymphoid population was observed in pleural fluid cytome-
try, and histological study showed fibrohemorrhagic pleuritis with
severe mesothelial hyperplasia and dense plasmocellular infiltrate,
with marked increase in IgG4-producing plasma cells (more than
50 cells per high-power field) and an IgG/IgG4 ratio of 49%. No
neoplastic infiltration or granulomas were observed (Fig. 1).

Treatment started with prednisone (40 mg daily), and pleural
effusion diminished, the patient’s general condition improved, and
laboratory alterations (ESR and CRP) normalized.

Several weeks later, the patient was asymptomatic. A taper-
ing corticosteroid regimen was initiated and rituximab was
added to the regimen.” An abdominal ultrasound performed 3
months after the start of treatment showed the persistence of
the renal mass. IgG4-related disease may be associated with both
cancerous® and pseudotumor lesions® (such as inflammatory renal
pseudotumors'?), so conservative management and close monitor-
ing were undertaken before invasive testing.

Thoracic involvement in IgG4-related disease may affect the
lung parenchyma, airways, mediastinum, and pleura. Histologi-
cally, storiform fibrosis and obliterative phlebitis may be absent,?
although the presence of >50 plasma cells per high-power field and
a proportion of IgG4-producing plasma cells/IgG-producing plasma
cells > 40% in pleural biopsy is highly suggestive of IgG4 pleuritis.!-
Moreover, although serum IgG4 concentration is usually elevated
in this disease (>135mg/dl), up to 30% of patients have normal
concentrations of this immunoglobulin,!! as in our case.

Patients who present rare manifestations of IgG4-related dis-
ease in isolation might not fulfil the criteria for the classification
of the disease,'? so it is important to evaluate the available clini-



J.G. Tabales et al. / Arch Bronconeumol. 2020;56(9):596-610 599

cal data and complementary tests. Treatment is guided mainly by
symptoms, although glucocorticoids are a mainstay. It has recently
been reported that adding rituximab to the regimen helps reduce
disease recurrence.’

Therefore, in spite of the low prevalence of pleural involvement
in IgG4-related disease,'? given the good response to treatment
with corticosteroids, it is advisable to rule out this entity in patients
with predominantly lymphocytic exudative pleural effusion of
unknown cause, even in the absence of other suggestive systemic
manifestations. Multidisciplinary management of these cases is
essential.’*
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Chylothorax secondary to dasatinib™ R
Quilotorax espontdneo secundario a dasatinib

Dasatinib is a potent second-generation BCR-ABL1 tyrosine
kinase inhibitor (TKI) that is used at a daily dose of 100 mg as first-
line therapy in patients with maintenance-stage chronic myeloid
leukemia (CML), and in patients resistant or intolerant to previous
therapy.!?

Dasatinib has been associated with the development of pleu-
ral effusion (PE), produced by different mechanisms.?> Secondary
chylothorax has rarely been described in the literature.*-°

Clinical case
Our patient was a 63-year-old woman who attended the emer-

gency department with a 2-month history of dyspnea on exertion

¥ Please cite this article as: Molina V, Vaiies S, Castell6 C, Chiner E. Quilotérax
espontaneo secundario a dasatinib. Arch Bronconeumol. 2020;56:599-601.

and in left lateral decubitus, without fever, chest pain, or consti-
tutional symptoms. She had a previous diagnosis of CML, and had
been receiving oral dasatinib 100 mg/day for a year. On examina-
tion, her breathing was normal and her general status was good;
BP: 146/80 mmHg; temperature: 35.5°C; heart rate: 80 beats/min;
SpO,: 97%. Pulmonary auscultation identified decreased breath
sounds in the lower left field, with signs of PE. All other param-
eters were normal. The chest X-ray revealed PE in the left lower
third field, with a normal cardiac silhouette (Fig. 1A).

Blood count showed 5900 leukocytes with 54% neutrophils,
25.4% lymphocytes, 7.2% eosinophils, hemoglobin 12.8 g/dl, mean
corpuscular volume 90.6, platelets 24,2000, ESR 34 mm. Bio-
chemistry, autoimmune tests and immunoglobulins were normal.
Thoracentesis yielded milky-looking pleural fluid (PF), with the fol-
lowing values: glucose 90 mg/dl, albumin 2.30g/dl, LDH 152 u/l,
proteins 5.05g/dl, cholesterol 106 mg/dl, triglycerides 334 mg/dI,
CEA 1.2 ng/ml, rheumatoid factor < 10 IU/ml, ANA negative, leu-
cocytes 1470/mm?3, RBCs 3000/mm?3, mononuclear cells 98.8%,
polynuclear cells 1.2%. Cytology showed predominantly lym-
phoid reactive cytoarchitecture with some elements of myeloid
ontogeny and no evidence of malignancy. Bacterial culture includ-
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