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LETTERS TO THE EDITOR

Corticosteroid therapy for  organizing
pneumonia  in a human T-cell
lymphotropic virus type-1 carrier

Dear  Editor,

Human  T-cell  lymphotropic  virus  type-1  (HTLV-1)-associated

bronchioloalveolar  disorder  (HABA)  is  a  unique  chronic  and

progressive  respiratory  disorder  occurring  in  patients  with

smouldering  adult  T-cell  leukaemia  or  in HTLV-I  carriers.1

The  efficacy  of  corticosteroid  for organizing  pneumonia  (OP)

in  an  HTLV-1  carrier  has not  been  definitively  established.

We  here  e report  a case  of  OP  in an  HTLV-1  carrier  that

showed  good  response  to  corticosteroid  treatment.

A  76-year-old  man  with  a 10  pack-year  smoking  history

presented  to  a hospital  with  a complaint  of  chest  pain.  Dur-

ing  screening  for  infection,  he was  diagnosed  as  an HTLV-1

carrier.  He  had no  other  infections  or  respiratory  diseases.

Computed  tomography  (CT)  revealed  ground-glass  opacity,

consolidation,  and  pleural effusion  in the thorax  (bilater-

ally)  (Fig.  1A,  B). He  was  referred  to  our hospital  for further

examination.

He  was  taking  oral  medication  such  as  aspirin,  clopi-

dogrel,  alprazolam,  l-carbocisteine,  famotidine  orally

disintegrating  (OD),  naftopidil  OD,  magnesium  oxide,

olopatadine  OD  and  levocetirizine  hydrochloride.  A bron-

choscopy  was  performed  for  the ground-glass  opacity  in his

right  lung  and  was  pathologically  diagnosed  with  OP (Fig  1C).

For  the  treatment  of  OP,  we  administered  prednisolone  at a

dose  of  60 mg  daily;  the ground-glass  opacity  and  consolida-

tion  showed  immediate  improvement  (Fig  1D).  In  5 months,

we  tapered  prednisolone  from  a  dose of  60  mg  daily  to  0 mg.

In the  present  case,  two  important  clinical  observa-

tions  were  made.  First,  OP  may  occur  in HTLV-1  carriers.

To  the  best  of  our knowledge,  there  is  only  one  case

report  of  OP  in  an HTLV-1  carrier.2 OP  is  induced  mainly

by  drugs,  tumours,  systemic  inflammatory  diseases,  and

infections.  The  patient  described  here  had  no  tumour  or

systemic  inflammatory  disease.  Drug-induced  OP is  caused

by  several  drugs  such  as  methotrexate,  gold  compounds,

penicillamine,  bleomycin  hydrochloride,  amiodarone,  sala-

zosulfapyridine,  and  nivolumab.  However,  he  did not  report

using  any  of these;  therefore,  we  diagnosed  him as  an

HTLV-1  carrier  with  OP.  Pathologically,  HABA  includes  four

types  of  pulmonary  disorders:  chronic  bronchitis,  chronic

interstitial  pneumonia,  infiltration  of leukemic  or  lymphoma

cells,  and  lymphoproliferative  disease.3 The  proportions

are  as  follows:  chronic  bronchitis  (66%),  chronic  interstitial

pneumonia  (16%),  and others (18%).  Among  these,  chronic

interstitial  pneumonia  includes  usual common  interstitial

pneumonia  and  chronic  fibrosing  interstitial  pneumonia.  In

a  study  involving  CT  examination  of  HTLV-1  carriers,  OP  was

reported  (2/65,  3%),4 which  may  be one  type  of  HABA.

Second,  corticosteroid  therapy  may  be  efficacious  for

OP  in HTLV-1  carriers.  In the case  reported,  the patient

was  administered  corticosteroid  therapy.2 OP  is  frequently

treated  with  corticosteroids  and has  a  good prognosis.5 Cor-

ticosteroid  therapy  might  be  efficacious  for OP  in HTLV-1

carriers.

The  mechanism  of  onset  of OP  in  HTLV-1  carriers  is

unknown.  In HTLV-1  carriers,  the percentages  of  CD3+  and

CD3+CD25+  are  significantly  higher  in the bronchoalveolar

lavage  fluid compared  to  the  peripheral  blood;  therefore,

the causative  mechanism  of HABA  was  suggested  to  involve

HTLV-1  infection  that may  induce chronic  inflammation  in

the  lung  through  immunologic  mechanisms.6 The  mecha-

nism  of  onset  of  OP  in  HTLV-1  carriers  might  also  be  related

to  HTLV-1  infection  inducing  chronic  inflammation  through

immunological  mechanisms.

Patients with  HTLV-1  are found  in  specific  areas  of the

world.  However,  recently,  migration  of  people  between

countries  has  become  more  frequent.  Therefore,  the

incidence  of  HTLV-1  infection  might  increase  in other  areas

in  future.

In  conclusion,  OP  may  occur  in HTLV-1  carriers  and  cor-

ticosteroid  therapy  may  be efficacious  for  OP in HTLV-1

carriers.
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Figure  1  (A)  Chest  radiography  and (B)  computed  tomography  examination  showed  ground-glass  opacity  and  consolidation  in

bilateral lung  fields,  as  well  as  bilateral  pleural  effusion.  (C)  Haematoxylin  and eosin  staining  of the  lung  biopsy  specimen.  Round-

shaped fibroblasts  (Masson  bodies)  were  observed  in the alveolar  space;  therefore,  a  pathological  diagnosis  of  organizing  pneumonia

was made.  (D)  After  two  weeks  of  corticosteroid  administration,  chest  radiography  revealed  improvement  of  ground-glass  opacity

and bilateral  consolidation  of  the lungs.
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Chylothorax as  a debut  form of
Gorham-Stout disease

Case report

Gorham-Stout  disease  is  an extremely  rare  disease  of

unknown  etiology.  It  is  characterized  by  the  local  prolif-

eration  and  dilation  of lymphatic  vessels,  which  causes

spontaneous  progressive  osteolysis  with  bone  resorption.  It

may  affect  one  or  several  ---  usually  contiguous  ---  bones,  gen-

erally  the  hips,  the  scapular  waist,  the  vertebrae,  the  ribs

and  the  skull.  It  mainly  affects  children  and young  adults,

with  no  gender-based  differences.  Diagnosis  is  based  on  clin-

ical,  analytical,  radiological  and  histopathological  findings.

Chylothorax  may  occur as  a result  of  the involvement  of  the

Figure  1  (A)  Chest  X-ray  PA  showed  a  radiodensity  practically  diffuse  of  the  left  hemitorax  in  relation  to  severe  pleural  effusion.  (B)

The sagital  reformatted  CT image  demonstrated  a  diffuse  fat  infiltration  with  loss  of  the  trabecular  bone  pattern  in  the  vertebral

bodies T12  and  L4  and  an  infiltration  of  the  deep  subcutaneous  cellular  tissue  in  the posterior  abdominal  wall.  (C)  The  axial

reformatted  CT  image  showed  multiple  fatty  lytic  bone  lesions  with  cortical  disruptions  in the 12th  left  rib.  (D)  Axial  CT  imagen

demonstrated  an  incomplete  osteolysis  of  the  left  iliac  bone  with  multiple  fatty  lytic  bone  lesions  with  cortical  disruptions  and

without an  increase  of  soft  tissues.  (E)  Axial  TSE-T2  weighted  fat-supressed  image  showed  a  diffuse  hyperintensity  of  the  left  iliac

bone, where  linear  structures  are  recognized  that  correspond  to  the  dilatation  of  the  lymphatic  vessels.  (F)  This  lesion  presented

an intense  diffuse  enhancement  after  administration  of  IV contrast  on an  axial  TSE-T1  weighted  fat-supressed  image.

lymphatic  vessels  of the  pleura or  thoracic  duct by  adjacent

osteolysis.1

A 37  year-old  man presented  with  a 14-day  history

of  progressive  dyspnea  that  occurred  even  with  minimal

effort.  The  patient  had  normal  vital  signs,  hypoxemia,  and

a  generalized  reduction  of  respiratory  sounds  in  the left

hemithorax.  Blood  analysis  was  normal.  Chest  X-ray  showed

a massive  left pleural  effusion  without  displacement  of  the

midline  (Fig.  1A).  The  radiological  findings  of  CT  scan  and

MRI  are shown  in Fig  1B---F.

The  milky  pleural fluid was  a  lymphocyte-predominant

exudate  (93% of lymphocytes);  its  biochemistry  was

compatible  with  chylothorax  (1452  mg/dL  of  triglycerides).

Malignancy  was  excluded  after  several  negative  pleural

biopsies.  Talc  pleurodesis  was  performed.  Microscopic  find-

ings  on iliac  bone  biopsy  are  shown  in Fig.  2.  Sirolimus
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